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Introduction

Stillbirth is associated with significant physical, psychosocial and economic consequences for parents, families,
wider society and the healthcare system. There is emerging momentum to design and evaluate interventions
for care after stillbirth and in subsequent pregnancies. However, there is insufficient evidence to inform clinical
practice compounded by inconsistent outcome reporting in research studies. To address this paucity of
evidence, we plan to develop a core outcome set for stillbirth care research, through an international consensus
process with key stakeholders including parents, healthcare professionals and researchers.

Methods and analysis

The development of this core outcome set will be divided into five distinct phases: 1) Identifying potential
outcomes from a mixed-methods systematic review and analysis of interviews with parents who have
experienced stillbirth; 2) Creating a comprehensive outcome long-list and piloting of a Delphi questionnaire
using think-aloud interviews; 3) Choosing the most important outcomes by conducting an international two-
round Delphi survey including high-, middle- and low- income countries; 4) Deciding the core outcome set by
consensus meetings with key stakeholders; and 5) Dissemination and promotion of the core outcome set. A
parent and public involvement panel and international steering committee has been convened to co-produce
every stage of the development of this core outcome set.

Ethics and dissemination

Ethical approval for the qualitative interviews has been approved by Berkshire Ethics Committee REC Reference
12/SC/0495. Ethical approval for the think-aloud interviews, Delphi survey and consensus meetings has been
awarded from the University of Bristol Faculty of Health Sciences Research Ethics Committee (Reference
number:116535). The dissemination strategy is being developed with the parent and public involvement panel
and steering committee. Results will be published in peer-reviewed speciality journals, shared at national and
international conferences and promoted through parent organisations and charities.

Registration details
COMET Initiative registration number 775
PROSPERO registration number CRD42018087748

Article summary

STRENGTHS AND LIMITATIONS OF THIS STUDY
e Using robust and transparent methodology, this will be the first core outcome set developed for use in
stillbirth care research, which will ultimately improve evidence synthesis in this field and could reduce
research wastage.
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e |dentification of outcomes reported in experimental, observational and qualitative studies will ensure
all published outcomes within the literature are considered for inclusion in the core outcome set.
Furthermore, in-depth qualitative interviews with parents will enable the identification of novel and
parent-important outcomes not identified from the systematic review.

e Parent representation is a strength of this study. We are including bereaved parent stakeholders at
every stage of the development, co-producing the research with a parent involvement panel, and with
parent representation within the project steering committee.

e Qualitative interviews (in Stage 1) include UK parents only. However, we are triangulating these with
outcomes identified in the systematic review of global literature and think aloud interviews are not
limited to parents in the UK. Furthermore, we have international parent representation on the
steering committee to help mitigate this limitation and increase the generalisability of the results.

e International stakeholders will be recruited for the Delphi survey and consensus meetings. However,
due to funding limitations and translation costs, the survey and consensus meetings will be conducted
in the English language only. Future research will endeavour to validate the core outcome set in
languages other than English.

Introduction

Worldwide it is estimated that there are 2 million stillbirths every year?®. Stillbirth is associated with significant
physical, psychosocial, health and economic costs for parents, their families, wider society and the healthcare
system?34, In a subsequent pregnancy, a history of stillbirth has been shown to be associated with higher
frequencies of adverse clinical outcomes, including increased risk of stillbirth recurrence, antenatal
complications, mental health concerns and impact on subsequent children®>®78 The negative consequences of
stillbirth are widespread and long-lasting; therefore, it is important to invest in high-quality research to enable
healthcare professionals and researchers to deliver the best care for affected families.

Several care-related interventions are available to minimise the negative impact of stillbirth. These
interventions can be implemented from the immediate identification of a stillbirth to when parents are
discharge from hospital to the community or in a subsequent pregnancy. Examples include, supporting parents’
choices around birth and afterwards, offering opportunities for parents to make memories with their baby,
support with post-mortem investigation decision making, engagement of the parents in the perinatal mortality
review process®??, bereavement care from healthcare professionals!®, counselling and specialist care in
subsequent pregnancies!®. Yet very little is known about the effectiveness of these interventions .

There is momentum to research, design and evaluate interventions to improve care for parents following
stillbirth and in any subsequent pregnancies>'®17- However, systematic reviews suggest few methodologically
rigorous studies exist to inform clinical practice and their results cannot be synthesised quantitatively due to a
high degree of heterogeneity of outcome reporting?>1718, In 2018, a Cochrane review on care prior to and
during subsequent pregnancies following stillbirth for improving outcomes, found insufficient and inconsistent
evidence to inform clinical practice!’. The authors of this review concluded that it is important to have
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consistency in data collection across all future trials and this may be facilitated by a core outcome set for
stillbirth care research?’.

A core outcome set is a consensus-derived minimum set of outcomes that should be measured and reported in
all research studies of a specific disease or trial population!®. It does not preclude the measurement of
additional specific outcomes; however, a minimum set of outcomes will allow higher quality of evidence to
identify the most effective interventions and care packages offered. A recent web-based survey of healthcare
professionals, researchers and advocates identified the development of a core outcomes set for stillbirth (and
recurrent stillbirth) research as one of the top five priority research topics to inform clinical practice for the care
of families following stillbirth?°. Currently there are no available core outcome sets published for stillbirth care
research (i.e. research focusing on care after a stillbirth is identified) https://www.comet-initiative.org/Studies.

The inclusion of patients in the development of a core outcome set is paramount as they are the key
stakeholders in the research outcomes. Inclusion of parents can lead to a widening of the research agenda,
identifying important patient reported outcomes and recognising previously neglected patient outcomes that
matter to those who experience stillbirth?® There is a need to develop and evaluate evidence-based
interventions using outcomes that directly relate to bereaved parents’ experiences. To enable this, it is essential
to establish a minimum set of outcomes that includes parents and relevant stakeholders in the development
process. If applied in clinical trials, a core outcome set for stillbirth care research developed with stakeholder
input, will provide a tool to give consistency in outcome measurement, minimise reporting bias, and allow for
direct comparison of interventions and care across research studies. This could lead to better evidence being
produced to improve clinical decision making in the future.

Aim and objectives

AIM

The iCHOOSE study aims to develop a minimum set of outcomes that should be evaluated and reported in all
future stillbirth care research in high-, middle- and low- income country settings, through an international
consensus process of key stakeholders including parents, healthcare professionals, researchers and charity
representatives.

OBJECTIVES

1. Toinvestigate what outcomes are reported in existing studies assessing the impact of stillbirth on
parents.

2. Toinvestigate parental experiences following stillbirth and identify important outcomes for bereaved
parents not reported in the scientific literature.

3. To pilot and develop a Delphi questionnaire, using think-aloud interviews.

4. To achieve international consensus on a core outcome set for stillbirth care research using a Delphi
survey technique and stakeholder consensus meetings.

5. To disseminate and promote the core outcome set for stillbirth care research.
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Methods and analysis

There is no standardised way to develop a core outcome set?. The COMET initiative has collated
methodological resources to assist with the development of the core outcome set including a systematic review
outlining the issues to consider?=2*, COMET resources, including the COMET Handbook: version 1.0 and
reviewed published core outcome sets have been used to inform the study design?3-3C. This study is
prospectively registered on the COMET website https://www.comet-initiative.org/studies/details/775. The
Core Outcome Set-STAndards for Development (COS-STAD) and the Core Outcome Set-STAndardised Protocol
Items (COS-STAP) have been followed in the planning of the methods of this core outcome set project3132, See
Supplementary material 1: Core Outcome Set-STAndardised Protocol Items (COS-STAP) Checklist for the
iCHOOSE Study. The final core outcome set will be reported in accordance with the Core Outcome Set-
STAndards for Reporting statement (COS-STAR)33,

SCOPE OF THIS CORE OUTCOME SET
Health condition and population

The core outcome set will be applicable to families who have experienced a stillbirth in a singleton or multiple
pregnancy. We will aim for this core outcome set to be applicable to all countries internationally including high-,
middle- and low- income countries. The definition of stillbirth varies internationally and therefore the gestation
will be dependent on the study setting. It is our intention that this core outcome set could be applied to
stillbirths from at least 20 weeks’ gestation, including antepartum and intrapartum stillbirths from any cause
including due to a congenital abnormality. We will set exclude outcomes related to the termination of
pregnancy and neonatal death population.

Interventions

The core outcome set will be relevant to all stillbirth care research. Stillbirth care research includes the care
that parents (and families) receive after a stillbirth has been identified. The core outcome set will not be limited
by the type of intervention or the setting in which it is delivered. It will cover all medical and psychosocial
interventions and care parents are offered following a stillbirth and in a subsequent pregnancy®>!’- See Figure
1: Types of interventions after stillbirth that should be evaluated using outcomes identified in the core
outcome set.

Context

The core outcome set will be developed for use in all stillbirth care research (e.g.randomised controlled trials,
observational studies and systematic reviews). It is also anticipated that it could be utilised in the evaluation of
clinical practice guidelines, care pathways for bereaved parents and training for healthcare professional3?.

PATIENT AND PUBLIC INVOLVEMENT
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Parent perspectives are integral to every stage of the development, including the input into this protocol, the
systematic review, qualitative interviews, Delphi survey, consensus meeting and dissemination of results. A
parent involvement panel has been established and training is being provided using methods exemplified by
NIHR INVOLVE. The parent involvement panel have also co-designed the parent animation video to aid
recruitment https://vimeo.com/292143259/f2edb109dd.

STEERING COMMITTEE

An international expert steering committee including healthcare professionals, parents with a lived experience
of stillbirth, charity representatives and researchers with diverse expertise has been convened to guide the
research design, recruitment and development of the core outcome set. This group has stakeholder
representation from Europe, Australia, North America, South America, Africa and Asia.

COLLABORATIONS

We have established the International Collaboration for Harmonising Outcomes fOr Stillbirth research and cark
(iCHOOSE) initiative. The iCHOOSE collaboration aims to develop a core outcome set for stillbirth care research
with the overall aim of improving outcomes for parents and the wider family. This collaboration is endorsed by
the Core Outcomes in Women’s Health (CROWN) initiative; the Medical Sociology and Health Experiences
Research Group, University of Oxford; the National Stillbirth Centre for Research Excellence, Australia, The
Stillbirth and Neonatal Death Charity (Sands); Tommy’s National Centre for Maternity Improvement, Twins
Trust, Star Legacy Foundation and International Stillbirth Alliance.

STUDY OVERVIEW
The study will be divided into five distinct stages. See Figure 2: iCHOOSE Study overview

STAGE 1: IDENTIFYING POTENTIAL OUTCOMES
Systematic review: What outcomes have been reported?

Previously reported outcomes and associated outcome measurement tools relevant to stillbirth care research
are being identified through a systematic review of the literature. Our systematic review process has been
prospectively registered on PROSPERO International prospective register of systematic reviews
(CRD42018087748). The electronic databases MEDLINE, PubMed, Embase, Scopus, Amed, BNI, CINAHL,
PsycINFO Cochrane Register of Controlled Trials will be searched from 1998 to present. Reference lists of
extracted articles will also be searched. We will include all randomised trials, observational and qualitative
studies that report an outcome following stillbirth. Case reports, editorials, review articles, abstracts and grey
literature will be excluded. Studies including mothers, fathers, children, siblings, and grandparents experiencing
a stillbirth in a singleton or multiple pregnancy will be included. Studies will not be excluded based on the
gestational definition of stillbirth, as the definition varies between jurisdictions. Titles, abstracts and full texts
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of studies will be screened independently by two review authors using Covidence systematic review software3>,
Disagreements will be resolved through a third reviewer.

A standardised, pre-piloted electronic data extraction form has been developed to extract data. Data will be
extracted in duplicate and includes basic publication details (including author and date of publication); study
setting; study population; details of intervention (if applicable); study methodology; outcomes measured
verbatim, their definition (if stated), their relevant outcome measurement tool (if applicable) and whether the
tool is validated for that cultural context and if parents and members of the public were involved in the outcome
selection. A sequential explanatory approach will be undertaken i.e., outcomes from quantitative studies will
be extracted initially followed by outcomes reported in the qualitative literature. This will be done to compare,
and contrast outcomes reported in the qualitative literature. A comprehensive inventory of outcomes reported
will be developed from the data extraction The systematic review will be reported using the Preferred Reporting
Items for Systematic Reviews and Meta-Analyses (PRISMA) guidelines3®.

Qualitative interviews: What outcomes are important to parents?

Capturing patient perspectives is crucial in the development of a core outcome set as they often identify
outcomes not considered by other stakeholders or within the literature 3’. Parents with a lived experience of
stillbirth in the United Kingdom (UK) will be recruited to participate in qualitative interviews through Sands,
National Health Service Hospital Trusts, the Twins Trust, bereavement support groups, the parent involvement
panel and snowballing through personal contacts of the research team and the parent involvement panel. To
ensure diverse opinions participants will be purposively sampled for maximum variation. Participants will
include mothers and fathers/partners from a wide range of social, ethnic, and cultural backgrounds who have
experienced a stillbirth at a range of gestations and time periods since the stillbirth occurred. Parents who have
a personal history of a stillbirth at more than 24 weeks’ gestation (UK definition), at least six months prior to the
study would be eligible to participate. This definition was chosen as recent research has focused on parents’
experiences of care following the death of a baby in pregnancy between 20 and 24 weeks in the UK32, The
findings of this research will be incorporated into the systematic review findings. Furthermore, as we are only
recruiting UK parents, we plan to triangulate the data with outcomes extracted from the qualitative data from
the systematic review. Parents will be interviewed individually or jointly, according to preference. The number

of parents recruited will depend on when theoretical saturation is reached (i.e. when no new themes emerge)
39

With informed consent, semi-structured interviews with parents will be conducted in either parents’ homes, a
suitable private location of their choice or via Zoom teleconference software. A researcher with training in
gualitative interview methods will conduct the interviews (DB) supported by an experienced qualitative
researcher (LH). The interviews will invite parents to narrate their lived experienced of stillbirth. However, an
interview topic guide has also been developed in consultation with the parent involvement panel and guided by
the literature review (See Supplementary material 2: Interview topic guide). The interviews will aim to answer
the following questions: 1) What are parents’ experiences following stillbirth? 2) What issues (outcomes) are
important to parents after they have experienced a stillbirth? 3) What outcomes do parents think are important
to measure so stillbirth care can be improved through research? Interviews will be audio and/or video recorded
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and transcribed verbatim. Stillbirth is a sensitive topic, and it is possible parents may experience distress during
the interviews; should this happen, they will be offered the opportunity to pause the interview and, if they
choose, to stop it completely. They will be signposted to support from their own healthcare provider or
community support services.

Data collection and analysis will be guided by an iterative approach, allowing data analysis of early interviews
to enrich data collection of later interviews. Following a familiarisation process, data will be coded blinded and
in duplicate. Each line of the transcript will be coded systematically, identifying outcomes anchored in the words
of the participant. Using an inductive approach, a codebook will be generated, and the data will be managed
using NVivo software which will help to organise emergent themes. A constant comparative method will be
adopted, whereby transcripts will be re-read, and codes compared with every other occurrence in the
interviews. Data will be analysed and conceptualised into broader categories using the ‘One sheet of paper’
technique?® and the DIPEXx (personal experiences of health experiences and illness) techniques for coding*. This
approach has been taken to generate a deeper understanding and meaning of the outcomes, in the context of
the lived experience of stillbirth, using the detail-rich interview transcripts. A collaborative approach will be
taken with the analysis whereby emergent themes and codes will be developed iteratively with input from
members of the project steering committee. The Consolidated criteria for reporting qualitative research
(COREQ) checklist will be used to report the findings of the qualitative interviews*!,

STAGE 2: CREATION OF OUTCOME LONG-LIST AND PILOT WITH THINK ALOUD INTERVIEWS
Creation of outcome long-list

A comprehensive outcome inventory will be developed from all the outcomes identified in the data extraction
of the systematic review and analysis of the qualitative interviews. As an initial step, we will group similar
definitions (extracting the wording description verbatim) under the same outcome name?3. Outcomes will then
be grouped into outcome domains or categories to classify the broad aspects of the effects of interventions or
care3. The outcomes will be organised into outcome categories using an adapted taxonomy that has been
developed for outcomes in medical research to help improve knowledge discovery*?. Each verbatim outcome
definition will be categorised to an outcome name and mapped to a domain independently by two researchers
from multi-professional backgrounds (a health care professional and a health service research methodologist)
to provide transparency. Any differences will be resolved by consulting a senior member of the research team.

Consideration will be given to the order of questions and the number of items as previous research has
demonstrated that question order could affect response rates and actual responses to question items*3. The
final outcome long-list will be reviewed by the steering committee and parent involvement panel. Furthermore,
with input from the parent involvement panel plain language definitions will be developed for each outcome
item.

Pilot and think-aloud interviews
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The questionnaire items and response scale format will be piloted using the think-aloud approach to ensure the
ease of completion, readability, understandability and acceptability by stakeholders prior to recruitment?3:4445,
It will also be used to refine the long-list of outcomes. The think-aloud method has been used by other core
outcome set developers to improve their questionnaire design*=%%49, We will examine how parents and other
stakeholders interpret the outcome labels and definitions, check they understand how to complete the nine-
point Likert rating scale and identify problems?3. Participants will think aloud as they work through the draft
Delphi and provide a running commentary on their thoughts on rating of outcomes?3. The interviewer will use
open-ended cognitive probes as described in the interview guide (See Supplementary material 3: Think aloud
topic guide). The probes will ascertain comprehension, retrieval, confidence judgement and responses to
questions*. We will also determine the length of time it takes to complete the survey to ensure response fatigue
is minimal.

Interviews will be face-to-face or via Zoom teleconferencing and will be audio recorded once informed consent
has been obtained. Transcribed interviews will be coded, by two independent researchers according to a
framework of think-aloud categories®®. The coded comments will be subsequently tabulated in a ‘table of
changes’ and for each outcome to provide a transparent method of recording suggestions (See Supplementary
material 4: Table of changes for think aloud interviews and questionnaire development). Suggested changes
in wording, reasons for change and agreed changes will be documented providing transparency in the
guestionnaire development. This approach has been used in think-aloud interviews within the Person-Based
Approach to intervention development®°2, An iterative approach will be adopted; we will revise the
guestionnaire following analysis of an initial sample of think aloud interviews, conduct further interviews, and
revise the questionnaire until data saturation and no further changes are indicated. We estimate that we will
interview approximately 12 to 15 stakeholders. Following these interviews, the final Delphi questionnaire will
be produced.

STAGE 3: INTERNATIONAL DELPHI SURVEY

The core outcome set will be determined using a modified Delphi method. The Delphi methodology has been
used to allow stakeholders with expert knowledge on a particular subject to achieve convergence of opinion on
the importance of different outcomes using sequential questionnaires or face-to-face meetings?3. Responses
for each outcome will be summarised and fed back anonymously in the following questionnaire round.
Participants will be able to consider the responses of others and their previous response before re-scoring each
item; this has the benefit of allowing participants to review previous round results independently, with the
overall aim to achieve consensus.

Selection and recruitment of stakeholders

Representatives from all stakeholder groups will be invited to participate in the think-aloud interviews, the
Delphi survey and consensus meetings. Stakeholders will include two main groups: parents with a lived
experience of stillbirth and professionals. The professional stakeholder group will include healthcare
professionals caring for parents who have experienced stillbirth (e.g. obstetricians, midwives, general
practitioners, sonographers, psychiatrists, psychologists and doulas), researchers, bereavement charity
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representatives and stillbirth advocates. Due to translation costs and financial limitations of the study, non-
English speakers will be excluded. A stakeholder recruitment sampling frame will be created to ensure there is
maximum variation in the sample.

As stillbirth occurs globally, participants will be sought through an international network of parent support
groups, organisations, professional associations and charities, including from high, low- and middle- income
countries. We will aim to achieve representation from most continents including Europe, Africa, Asia, Australia,
North America and South America. We will aim to recruit a diverse range of mothers and fathers/partners who
have experienced a stillbirth at a range of gestations and time periods since the stillbirth occurred. Family
members of parents who experience stillbirth, for example grandparents, siblings or other immediate family
member will also be eligible to participate. Parents will be identified via charity support groups, social media,
and the International Stillbirth Alliance. We will work with international collaborators in participating countries
to use websites and social media that are most relevant to parents that we wish to approach. Healthcare
professionals will be identified via email distribution lists using links with the Royal College of Obstetricians and
Gynaecologists, the Royal College of Midwives, the International Stillbirth Alliance, the British Psychological
Society (counselling, health psychology and clinical psychology divisions), Royal College of General Practitioners
and British Association for Counselling and Psychotherapy. Researchers will be identified through authors of
papers in the systematic review, and research networks.

Sample size

There are no generally accepted guidelines for the optimal size to achieve a consensus in Delphi Studies.
Decisions about on how many individuals to include in a Delphi process is pragmatic, and not based on statistical
power?3>3, Careful consideration will be made to sample stakeholders with a breadth of experience. For the
Delphi survey, a minimum of 100 participants per stakeholder group (100 parents and 100 professionals) will be
recruited to account for a 20% drop-out rate>*>>, This estimate is based on the typical response rate found from
a review of published and ongoing studies that included Delphi to develop a core outcome set>* We will use
evidence-based methods for maximizing recruiting and retaining participants between rounds, for example,
direct personalised email invitations, promotional animation and demonstration videos for each round of the
Delphi and adopting a minimum waiting time between rounds one and two>*5,

Delphi Survey

Respondents will be invited to complete two sequential rounds of the Delphi survey via email. Study data will
be collected and managed using REDCap (Research Electronic Data Capture) tools hosted at the University of
Bristol>’. REDCap is a secure, web-based application designed to support data capture for research studies,
providing: 1) an intuitive interface for validated data entry; 2) audit trails for tracking data manipulation and
export procedures; 3) automated export procedures for seamless data downloads to common statistical
packages; and 4) procedures for importing data from external sources®’. Informed consent will be obtained via
REDCap from all participants who agree to take part. The data will be analysed using STATA>.

Participants will be asked to indicate the importance of each outcome using a nine point Likert scale devised by
the Grading of Recommendations Assessment Development and Evaluations (GRADE) working group 2. They

will also be given the opportunity to add additional outcomes to be incorporated into round two of the survey.
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After round one, data will be analysed using descriptive statistics to produce a summary of the results, including
the presentation of the results in histograms. An anonymous summary of the responses will be fed back to
participants according to each stakeholder group in round two of the survey and each participant will receive
their own previous scores for round one. Participants will be asked to reflect on the stakeholder group scores
and their own score before rescoring each outcome and new outcomes identified by participants from round
one. Any outcomes not deemed important by the pre-specified criteria (see below) will be excluded. If a
participant does not complete round two of the Delphi survey, their scores from round one will be counted as
valid and retained in the study. The rate of missing responses will be reported with the results of the Delphi
survey. The round two results will be reviewed by the steering committee to consider the need for a third Delphi
survey round.

Consensus definition

A standardised consensus definition will be applied to enable core outcomes to be identified: [1] ‘Consensus in’
(classify as a core outcome): Over 70% of participants in at least one stakeholder group score outcome 'critical’
(score seven to nine) and less than 15% of participants in at least one stakeholder group score outcome 'limited
importance’ (score one to three). [2] ‘Consensus out’ (do not classify as a core outcome): Over 70% of
participants in at least one stakeholder group score outcome domain 'limited importance’ (score one to three)
and less than 15% of participants in at least one stakeholder group score outcome domain ‘critical' (score seven
to nine); or [3] ‘No Consensus’ (do not classify as a core outcome): Anything else?32°, See figure 3: Consensus
definition.

The rationale for this definition is that for an outcome to be included in the core outcome set, it requires
agreement by the majority that it is of critical importance and only a small minority consider it to have little
importance. This definition will be reviewed by the steering Committee after Round 1 of the Delphi if a large
proportion of outcomes are classified as ‘Consensus in’. Possible strategies that could be adopted to be more
stringent in the definition could include, having a higher percentage cut-off of stakeholders who need to score
an outcome seven to nine to be ‘Consensus in’ (80% of participants in at least one stakeholder group) or deciding
an outcome to be ‘critical’ only if scored eight to nine. Particular caution will be applied in the review of this
definition to ensure that variation in parents’ views is not lost between rounds.

STAGE 4: CONSENSUS MEETINGS TO DECIDE THE CORE OUTCOME SET

At least two consensus meetings will take place to discuss the results of the survey and agree the final core
outcome set. Stakeholders will be asked if they are willing to participate in the consensus meetings at the end
of the Delphi questionnaire and will invited once the analysis of round two has been completed. If a large
number of stakeholders are interested in attending the meetings, we will aim to have minimum representation
from each continent and each stakeholder group. It is anticipated that these meetings will be either face-to-
face or virtually via Zoom teleconferencing software and informed consent will be taken prior to
commencement of each meeting. The meetings will be run sensitively by researchers and a bereavement care
midwife who are experienced in running research meetings with bereaved parents®>. A representative from

the Sands Charity and International Stillbirth Alliance will also be present for the meeting to support parents if

i . .08. 1
Version 5.0 For peer review only - hztg)pgﬁn%?gplen.bmj.com/site/about/guidelines.xhtmI

ybuAdoo Aq paraalold 1senb Aq £20z ‘6 udy uo /wod"lwg uadolwg//:dny woij papeojumod "2z0z Aenigad 6 U0 629950-TZ0z-uadolwag/9eTT 0T st paysiignd 1sul :uado NG


http://bmjopen.bmj.com/

Page 13 of 32 BMJ Open

oNOYTULT D WN =

required. The initial meeting will take place only with parents. This pre-meeting will allow parents to have the
equal opportunity to voice their opinions without intimidation or influence from the other stakeholder groups.
A sub-set of parent representatives will be invited to the second consensus meeting (and potentially third
consensus meeting) with all stakeholder groups.

A modified Nominal Group Technique will be used to further prioritise consensus outcomes®. This technique
ensures that all participants have the opportunity to provide their perspectives and to hear the views of others.
The modified Nominal Group Technique does not rely on statistical power. It is anticipated that eight to ten
participants from each stakeholder group will participate in the consensus meetings, as this number has yielded
sufficient results in the development of previous core outcome sets®?,62,

Prior to the meeting attendees will be sent a reminder of their own personal Delphi score. A facilitator will
present the results from the earlier rounds according to each stakeholder group. All potential core outcomes
reaching the standardised definition for ‘Consensus in” will be discussed. Participants in the meeting will be
either asked to work individually or split into small groups or pairs to consider the outcomes, including any
outcomes that they feel are missing. All the participants are then brought together to discuss each outcome in
turn. Each participant will be asked to contribute their opinions on outcomes considered for inclusion in the
final core outcome set. With consent of the participants the consensus meetings will be audio and video
recorded and minuted.

A further round of voting and discussion will take place with the aim of achieving consensus and ratifying the
final core outcome set. Items will be categorised as ‘Consensus in —outcome included in the final core outcome
set’, ‘Consensus out — outcome not included in the final core outcome set’ or ‘No consensus - outcomes for
which opinions on inclusion are divided’. This will be facilitated by online, smartphone or electronic keypad
technology, allowing for all present to vote anonymously and simultaneously. Outcomes will be rejected where
there is again ‘No consensus’ reached at this stage. The transcribed meeting will be uploaded onto NVivo and
analysed using a content analysis to contextualise the decision making around the development of the core
outcome set®,

STAGE 5: SHARE AND PROMOTE
Dissemination

We are aiming for this core outcome to be used in all future stillbirth care research. The dissemination strategy
will be developed with the steering committee, the parent involvement panel, and the University of Bristol’s
Public Engagement Office. A range of methods will be used to raise awareness of the core outcome set and
promote its adoption. The results of the systematic review, qualitative interviews, think-aloud interviews, the
Delphi process and consensus meetings will be published in peer-reviewed speciality journals. An overview of
the core outcome set will be disseminated to the Core Outcomes in Women’s Health (CROWN) and Core
Outcome Measures in Effectiveness Trials (COMET) initiatives. The results will be presented at national and
international scientific conferences of the International Stillbirth Alliance (ISA), Royal College of Obstetricians
and Gynaecologists, Royal College of Midwives, International Federation of Gynecology and Obstetrics, British

Version 5.0 1

For peer review only - i\ztg)ﬁgﬁi%?gplen.bmj.com/site/about/guidelines.xhtmI

ybuAdoo Aq paraalold 1senb Aq £20z ‘6 udy uo /wod"lwg uadolwg//:dny woij papeojumod "2z0z Aenigad 6 U0 629950-TZ0z-uadolwag/9eTT 0T st paysiignd 1sul :uado NG


http://bmjopen.bmj.com/

oNOYTULT D WN =

BMJ Open Page 14 of 32

Maternal & Fetal Society, the and the COMET conferences. Furthermore, we will promote a high-level
awareness of the study and the core outcome set through social media via parent organisations and charities.
Results will also be directly shared with professional associations, relevant university research departments and
clinical guideline developers to maximise uptake of the final core outcome set.

Identifying outcome measurement tools using the literature

Once the core outcome set is agreed it is important to determine how outcomes should be measured so that
the core outcome set can be fully utilised?%23. Currently there are no guidelines available to support outcome
measurement instrument selection for core outcome sets. Future research will include identifying potential
outcome measurement tools for each outcome in the core outcome set from the systematic review. If no
outcome measurement tools are identified for a core outcome using this method, this will be acknowledged,
and identification and/or development, quality assessment and selection of suitable outcome measurement
tools will form part of future research work.

Ethics

Ethical approval for the qualitative interviews has been approved by Berkshire Ethics Committee REC Referene
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eSupporting birth choices
¢ Spending time with baby (e.g.
Seeing and holding baby)

*Memory making with baby (e.g.

tokens of rememberance)

eSupporting parent's decisions
about investigations into why a
baby died

¢ Parental engagement into the
hospital review of their baby's
death

*Bereavement care pathway

el actation care

BMJ Open

eCounselling

ePsychological intervention
eSocial support

eParent support resources
*Peer support
*Bereavement care pathway

*Pre-pregnancy counselling

eSpecialist care in a subsequent
pregnancy

ePharmalogical interventions

eSupportive maternity care
pathways

ePsychological support
ePsychological intervention

Figure 1: Types of interventions after stillbirth that should be evaluated using outcomes
identified in the core outcome set
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Consensus in (core Consensus out (Not
outcome) core outcome)

eOver 70% of participants in at eQOver 70% of participants in at
least one stakeholder group least one stakeholder group
score outcome 'critical’ (score score outcome domain
seven to nine) 'Limited importance’ (score
eLess than 15% of participants one to three)
in at least one stakeholder eLess than 15% of participants
group score outcome 'limited in at least one stakeholder
importance’ (score one to group score outcome domain
three) ‘critical' (score seven to nine);

Figure 3: Consensus Definition

No consensus (Not core
outcome)

eAnything else
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Core Outcome Set-STAndardised Protocol Items (COS-STAP) Checklist for the iCHOOSE

Study
Item Name Location
Number
1 Identify in the title that the paper describes the TITLE/ABSTRACT
protocol for the planned development of a COS
2 Provide a structured abstract ABSTRACT
3 Describe the background and explain the INTRODUCTION
rationale for developing the COS
4 Describe the specific objectives with reference to | INTRODUCTION and AIMS
developing a COS AND OBJECTIVES
5 Describe the health condition(s) and INTRODUCTION AND
population(s) that will be covered by the COS METHODS AND ANALYSIS
[Scope — Health Condition and
Population]
6 Describe the intervention(s) that will be covered | INTRODUCTION AND
by the COS METHODS AND ANALYSIS
[Scope — Intervention]
7 Describe the setting(s) that will be covered by the | INTRODUCTION AND
Ccos METHODS AND ANALYSIS
8 Indicate the COS study registration details and REGISTRATION DETAILS
registry name. If not yet registered indicate the
intended registry
9 Describe any study oversight committees STEERING COMMITTEE AND
PATIENT AND PUBLIC
INVOLVEMENT
10 Describe sources of funding, role of funders FUNDING STATEMENT
11 Describe any potential conflicts of interest within | CONFLICTS OF INTEREST
the study team and how these will be managed
12 Describe the stakeholder groups to be involved in | METHODS —STAKEHOLDERS
the COS development process and the rationale
for their involvement
13 Describe the eligibility criteria for individuals from | METHODS —STAKEHOLDERS
each stakeholder group
14 Describe how individuals of each stakeholder METHODS —STAKEHOLDERS
groups will be identified
15 Describe how individuals of each stakeholder METHODS —STAKEHOLDERS

group will be chosen from within the stakeholder
group
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16 Describe how many planned individuals within METHODS —STAKEHOLDERS
each stakeholder group will be invited to [Participants — Sample Size]
participate in the consensus process

17 Describe how individuals will be invited to take METHODS —STAKEHOLDERS
part in the consensus process

18 Describe the information sources that will be METHODS — SYSTEMATIC
used to identify the list of outcomes. Outline the | REVIEW AND QUALITATIVE
methods or reference other protocols/papers. INTERVIEWS

19 Describe how outcomes may be METHODS
dropped/combined, with reasons

20 Describe the methods to identify outcome METHODS
descriptor terms

21 Describe the plans for how the consensus process | METHODS
will be undertaken

22 Describe what information will be presented to METHODS
participants at the start of the consensus process

23 Describe what each participant will be asked to METHODS
do at each stage of the consensus process

24 Describe how the participants will receive any METHODS
feedback during the consensus process

25 Describe how non-response (or partial response) | METHODS
will be handled during the consensus process

26 Describe how the study material will be made METHODS
patient friendly and understandable (if relevant)

27 Describe the consensus definition METHODS

28 Describe the procedure for determining how METHODS
outcomes will be added/combined/dropped from
consideration during the consensus process

29 Describe how outcomes will be scored and METHODS
summarised

30 Describe how the response rate will be METHODS
maximised

31 Describe how attrition bias will be assessed METHODS

32 Describe any software that will be used during METHODS
the consensus process and to analyse the results

33 Describe any plans for obtaining research ethics ETHICS/ DISSEMINATION
committee / institutional review board approval
in relation to the consensus process (if relevant)

34 Describe how informed consent will be obtained | ETHICS/ DISSEMINATION &
(if relevant) METHODS

35 Describe any details about how the METHODS

confidentiality of data collection will be preserved
during the consensus process (if relevant)
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A)The parent experience

I’d like you to tell me your story with as much detail as possible. Then | may have some extra questions
if you have not covered them already. We would like to find out your experience and we are particularly
interested in how your loss has affected you/and your partner’s health.

1) The diagnosis of the stillbirth

o Can you take me back to the beginning of you story, perhaps start from when you first found out you
were pregnant?

2) The time between diagnosis and birth (If applicable)

o What happened after you found out you your baby had died e.g. did you go home/stay in hospital/be
induced?

3) The birth of your baby

o What was your experience of giving birth to your baby?
o How do you feel about the way you gave birth now?

4) Your stay in hospital
o What happened after your baby was born?

5) Memory Making
o How did you spend time with your baby? If you were unable to spend time with baby, then why not?
Examples include: did you see or hold the baby, did you take photos, foot prints
o How did it make you feel at the time?
o What do you feel about the experience now?
o Which memories are the most meaningful to you now?

6) Post mortem & hospital tests
o What hospital tests did you or your baby have afterwards?
o What information did you learn from the post mortem and/or additional tests?

o How did you feel about your choice at the time & how do you feel about it now? (If did or did not have
PM)

7) The review process by the hospital (perinatal mortality review)

o What was your experience of the hospital review process of you and your baby’s case?
o Were the involved in the case?
o If parental engagement In review — how did it affect them?

8) The funeral

o What information & support were you given about the baby’s funeral?
o If had funeral, can you tell me more about it
o How did that make you feel at the time/how do you feel about it now?

9) When you went home

o Can you tell me about how you made the decision about going home?
o What happened in the days/weeks after you went home?
o How did you feel when you went home?

10) Follow up care by healthcare professionals (e.g hospital consultant,
midwife, GP, anyone else?)
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o What follow up care did you receive from the hospital e.g. follow up appointment with consultant,

; bereavement midwife?

3 o What advice were you given in your follow up appointment about becoming pregnant again?

4 o Were you told how long you should wait before becoming pregnant again (if not discussed)? What
5 will the care be like? What will the birth be like? What were your thoughts about this?

6 o What was the contact with the GP/community midwife like?

7 o What was the impact of the healthcare professionals care on you?

8

o 11)  Additional care

11 o Following your experience did you seek any further professional advice or care?

12 o Examples include second opinion, counselling

13 o Ifyes, how did you feel about this care?

14 o What was the impact of counselling on you? May consider benefits and harms?

15 o Were there any other ways/methods you dealt with the stillbirth?

1? o Examples could include exercise, mindfulness, charity work, yoga, new hobby, support groups
18

19 12) Support groups

20 o Did you seek any help from support groups?

;1 o How did that impact you?

23 o Did you seek any support from online communities?

24

25

26 13) Plans for future pregnancies

;é o What were your thoughts about becoming pregnant again?

29 What influenced your decision? Did you seek any alternative advice? What were the sources of your
30 information?

31

> B)Outcomes

34

35 . .

2 1a) Impact on next pregnancy (if applicable)

37 o Have you had any more pregnancies since? Tell me about your next pregnancy

38 o How did your previous experience affect your next pregnancy?

39 o How were you looked after in your next pregnancy?

40 o Examples: were you treated differently by medical professionals during antenatal care? did you have any
41 extra care, appointments, scans or tests? Was the type of birth different?

jé o How did becoming pregnant affect you and/or your partner?

44 o How did being pregnant affect your health? (physical & mental)

45 o What support (psychological) was offered during pregnancy and after birth?

46 o Were there any complications in the subsequent pregnancy?

47 o Did the subsequent pregnancy have an effect on other areas of your life?

48

49

5o 1b) If no further pregnancies:

51 o How did not becoming pregnant again affect you?

gg o Did you seek any fertility treatment & If yes, could you tell me about it and how did it effect you?
54

55 2) Impact of experience on physical & mental health

56

57

58 Opening statement: In this part of interview | will ask about you and your partners health including the
59  impact the stillbirth had on your physical and mental health

o How do you think your experience affected your health in the short term (physical and mental)?
o How do you think your experience affected your health in the long term (physical and mental)?
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If does not mention:

Has your experience affected your mental health?

Have you had low mood/anxiety/PTSD?

How has your experience affected your physical health?

Has is it affected your sleep?

Has your experience affected your body image/self-esteem?

Did you do anything to improve your health after the experience? What were you encouraged to do?
Could there have been anything done to minimise the impact on you and your health?

Have any new medical conditions emerged since the stillbirth? Have you had any treatment/therapy?
What medications have you taken (if any) following the stillbirth?

O O O O

14) Relationships

o How has your experience affected your relationships?
= Your partner (weeks, months, years); Your family (weeks, months, years); Your friends (weeks,
months, years)
o What was the impact of new babies on you?

15) Relationship with children (if applicable)
o How has your experience affected your relationship with your children?
o Has your experience affected bonding/parenting with your children?
o Have your children needed to have any additional support?

16) Communication
o How did you tell people about your stillbirth?
o How did they respond and how did it affect you?
o What was the impact of social media/media/news stories on you?

17) Employment - going back to work/Finances
o How did you break the news to your colleagues?

o How did your experience affect your job? (if applicable)

o How did the response of your employer affect you (and/or your decision to return to work)?

o How did your experience affect your finances? How did finances affect your decision making?
o If money was no issue, when would have been the right time to return to work in your opinion?

18) Outcomes to develop core outcome set
O

If we were going to improve care or research after stillbirth what would be important in your opinion to
measure to see if the care worked? Examples include mental health, physical, return to work

o If we were going to improve health after stillbirth what aspect of health would be important to you to
improve?

o Ifunable to answer: How would you improve about the care you received. If that care was improved how
would that affected your life and health?

19) Key messages to parents & healthcare professionals

Opening statement: Bearing In mind parents might receive this information whilst in hospital/preparing to go into
hospital or newly discharged...

o What would be your advice to parent who might be going through a similar experience?

o What would be your overall key messages to healthcare professionals looking after parents who experience
stillbirth?
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Supplementary material 3: Think aloud topic guide

I % University of
N 'CHQOSE BRISTOL

o

Interview Guide
Harmonising outcomes for research and care after stillbirth (The iCHOOSE Study)

Think-aloud interviews for the development of a core outcome set questionnaire
Introduction to study

These interviews aim to find out about how you go about completing a questionnaire to develop a core outcome
set. You will be asked to provide a running commentary on how you rate the importance of individual outcomes.
We are particularly interested in how you understand the questions, how difficult or easy it is to rate the
outcomes, the wording of the outcomes and any changes you would make to the questionnaire. We are also
interested in whether there are additional outcomes that should be included in the questionnaire.

If at any time you don’t want to continue the interview, you are free to tell me that you wish to stop, and we
can either take a break or you can stop completely. It’s fine for you to do that.

Interview Instructions

Participants will be read the following instructions, adapted from Green and Gilhooly (1996) and French et al.
(2007):

We are interested in how people complete the following questionnaire. This questionnaire will ask you to rank
outcomes on how important they are to you to measure in research and evaluating care after stillbirth. We
want to check that people understand the questions in the way that we meant them. To do this, | am going to
ask you to 'think aloud’ as you complete the questionnaire. What | mean by ‘think aloud’ is that | want you to
tell me everything you are thinking as you read each question and decide how to answer it. | would like you to
talk aloud constantly. | don’t want you to plan out what you say or try to explain to me what you are saying. Just
act as if you are alone in the room speaking to yourself. If you are silent for any long period of time, | will ask
you to talk or ask you question to help you. Please try to speak as clearly as possible, as | shall be recording you
as you speak. Do you understand what | want you to do?

Interview question probes (Adapted from Collins (2003), French et al (2007) and McCorry (2013))

General
e Tell me what are you thinking?
e How did you go about rating that outcome?
e How easy or difficult did you find this outcome to rate?
e Would you like to make any changes to this question/outcome?
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Comprehension
e What does that outcome mean to you?
e What did you understand by this outcome?
e Arethere any problems with the wording of this outcome?

Retrieval
e How did you calculate your answer?
e |s this outcome relevant to a particular time period that you can relate to?
e How applicable is this outcome to your individual circumstances?

Confidence judgement
e How sure of your answer are you?

Response
e How did you feel about answering this question?

Additional outcomes

e Would you like to include any other additional outcomes?
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Supplementary material 4: Table of changes for think aloud interviews and questionnaire development
Delphi Questionnaire for core outcome set for research after stillbirth
Negative Comments Positive Comments Possible Change Reason for change Agreed change MoScoW
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Introduction

Stillbirth is associated with significant physical, psychosocial and economic consequences for parents, families,
wider society and the healthcare system. There is emerging momentum to design and evaluate interventions
for care after stillbirth and in subsequent pregnancies. However, there is insufficient evidence to inform clinical
practice compounded by inconsistent outcome reporting in research studies. To address this paucity of
evidence, we plan to develop a core outcome set for stillbirth care research, through an international consensus
process with key stakeholders including parents, healthcare professionals and researchers.

Methods and analysis

The development of this core outcome set will be divided into five distinct phases: 1) Identifying potential
outcomes from a mixed-methods systematic review and analysis of interviews with parents who have
experienced stillbirth; 2) Creating a comprehensive outcome long-list and piloting of a Delphi questionnaire
using think-aloud interviews; 3) Choosing the most important outcomes by conducting an international two-
round Delphi survey including high-, middle- and low- income countries; 4) Deciding the core outcome set by
consensus meetings with key stakeholders; and 5) Dissemination and promotion of the core outcome set. A
parent and public involvement panel and international steering committee has been convened to co-produce
every stage of the development of this core outcome set.

Ethics and dissemination

Ethical approval for the qualitative interviews has been approved by Berkshire Ethics Committee REC Reference
12/SC/0495. Ethical approval for the think-aloud interviews, Delphi survey and consensus meetings has been
awarded from the University of Bristol Faculty of Health Sciences Research Ethics Committee (Reference
number:116535). The dissemination strategy is being developed with the parent and public involvement panel
and steering committee. Results will be published in peer-reviewed speciality journals, shared at national and
international conferences and promoted through parent organisations and charities.

Registration details
COMET Initiative registration number 775
PROSPERO registration number CRD42018087748

Article summary

STRENGTHS AND LIMITATIONS OF THIS STUDY
e Using robust and transparent methodology, this will be the first core outcome set developed for use in
stillbirth care research, which will ultimately improve evidence synthesis in this field and could reduce
research wastage.
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¢ In-depth qualitative interviews with parents will enable the identification of novel and parent-
important outcomes not identified from the systematic review.

e Parent representation is a strength of this study; we are including bereaved parent stakeholders at
every stage of the development, co-producing the research with a parent involvement panel, and have
international parent representation within the project steering committee.

e (Qualitative interviews (in Stage 1) include UK parents only, however, to help mitigate this limitation
and increase the generalisability of the results, we are triangulating our findings with outcomes
identified in the systematic review of global literature along with recuiting international stakeholders
for the think aloud interviews, Delphi survey and consensus meetings.

e Due to funding limitations and translation costs, the Delphi survey and consensus meetings will be
conducted in the English language only, however, future research will endeavour to validate the core
outcome set in languages other than English.

Introduction

Worldwide it is estimated that there are 2 million stillbirths every year?. Stillbirth is associated with significant
physical, psychosocial, health and economic costs for parents, their families, wider society and the healthcare
system?34, In a subsequent pregnancy, a history of stillbirth has been shown to be associated with higher
frequencies of adverse clinical outcomes, including increased risk of stillbirth recurrence, antenatal
complications, mental health concerns and impact on subsequent children>®78 The negative consequences of
stillbirth are widespread and long-lasting; therefore, it is important to invest in high-quality research to enable
healthcare professionals and researchers to deliver the best care for affected families.

Several care-related interventions are available to minimise the negative impact of stillbirth. These
interventions can be implemented from the immediate identification of a stillbirth to when parents are
discharge from hospital to the community or in a subsequent pregnancy. Examples include, supporting parents’
choices around birth and afterwards, offering opportunities for parents to make memories with their baby,
support with post-mortem investigation decision making, engagement of the parents in the perinatal mortality
review process®'?, bereavement care from healthcare professionals!3, counselling and specialist care in
subsequent pregnancies!. Yet very little is known about the effectiveness of these interventions 1°,

There is momentum to research, design and evaluate interventions to improve care for parents following
stillbirth and in any subsequent pregnancies!>617- However, systematic reviews suggest few methodologically
rigorous studies exist to inform clinical practice and their results cannot be synthesised quantitatively due to a
high degree of heterogeneity of outcome reporting?>1718, In 2018, a Cochrane review on care prior to and
during subsequent pregnancies following stillbirth for improving outcomes, found insufficient and inconsistent
evidence to inform clinical practicel’. The authors of this review concluded that it is important to have
consistency in data collection across all future trials and this may be facilitated by a core outcome set for
stillbirth care research?’.
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A core outcome set is a consensus-derived minimum set of outcomes that should be measured and reported in
all research studies of a specific disease or trial population!®. It does not preclude the measurement of
additional specific outcomes; however, a minimum set of outcomes will allow higher quality of evidence to
identify the most effective interventions and care packages offered. A recent web-based survey of healthcare
professionals, researchers and advocates identified the development of a core outcomes set for stillbirth (and
recurrent stillbirth) research as one of the top five priority research topics to inform clinical practice for the care
of families following stillbirth?°. Currently there are no available core outcome sets published for stillbirth care
research (i.e. research focusing on care after a stillbirth is identified) https://www.comet-initiative.org/Studies.

The inclusion of patients in the development of a core outcome set is paramount as they are the key
stakeholders in the research outcomes. Inclusion of parents can lead to a widening of the research agenda,
identifying important patient reported outcomes and recognising previously neglected patient outcomes that
matter to those who experience stillbirth?t There is a need to develop and evaluate evidence-based
interventions using outcomes that directly relate to bereaved parents’ experiences. To enable this, it is essential
to establish a minimum set of outcomes that includes parents and relevant stakeholders in the development
process. If applied in clinical trials, a core outcome set for stillbirth care research developed with stakeholder
input, will provide a tool to give consistency in outcome measurement, minimise reporting bias, and allow for
direct comparison of interventions and care across research studies. This could lead to better evidence being
produced to improve clinical decision making in the future.

Aim and objectives

AIM

The iCHOOQOSE study aims to develop a minimum set of outcomes that should be evaluated and reported in all
future stillbirth care research in high-, middle- and low- income country settings, through an international
consensus process of key stakeholders including parents, healthcare professionals, researchers and charity
representatives.

OBJECTIVES

1. To investigate what outcomes are reported in existing studies assessing the impact of stillbirth on
parents.

2. Toinvestigate parental experiences following stillbirth and identify important outcomes for bereaved
parents not reported in the scientific literature.

3. To pilot and develop a Delphi questionnaire, using think-aloud interviews.

4. To achieve international consensus on a core outcome set for stillbirth care research using a Delphi
survey technique and stakeholder consensus meetings.

5. To disseminate and promote the core outcome set for stillbirth care research.

Methods and analysis
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There is no standardised way to develop a core outcome set?. The COMET initiative has collated
methodological resources to assist with the development of the core outcome set including a systematic review
outlining the issues to consider?-2*, COMET resources, including the COMET Handbook: version 1.0 and
reviewed published core outcome sets have been used to inform the study design?3-30. This study is
prospectively registered on the COMET website https://www.comet-initiative.org/studies/details/775. The
Core Outcome Set-STAndards for Development (COS-STAD) and the Core Outcome Set-STAndardised Protocol
Items (COS-STAP) have been followed in the planning of the methods of this core outcome set project31:32. See
Supplementary material 1: Core Outcome Set-STAndardised Protocol Items (COS-STAP) Checklist for the
iCHOOSE Study. The final core outcome set will be reported in accordance with the Core Outcome Set-
STAndards for Reporting statement (COS-STAR)33.

SCOPE OF THIS CORE OUTCOME SET
Health condition and population

The core outcome set will be applicable to families who have experienced a stillbirth in a singleton or multiple
pregnancy. We will aim for this core outcome set to be applicable to all countries internationally including high-,
middle- and low- income countries. The definition of stillbirth varies internationally and therefore the gestation
will be dependent on the study setting. It is our intention that this core outcome set could be applied to
stillbirths from at least 20 weeks’ gestation, including antepartum and intrapartum stillbirths from any cause
including due to a congenital abnormality. We will set exclude outcomes related to the termination of
pregnancy and neonatal death population.

Interventions

The core outcome set will be relevant to all stillbirth care research. Stillbirth care research includes the care
that parents (and families) receive after a stillbirth has been identified. The core outcome set will not be limited
by the type of intervention or the setting in which it is delivered. It will cover all medical and psychosocial
interventions and care parents are offered following a stillbirth and in a subsequent pregnancy®>'”- See Figure
1: Types of interventions after stillbirth that should be evaluated using outcomes identified in the core
outcome set.

Context

The core outcome set will be developed for use in all stillbirth care research (e.g.randomised controlled trials,
observational studies and systematic reviews). It is also anticipated that it could be utilised in the evaluation of
clinical practice guidelines, care pathways for bereaved parents and training for healthcare professional®®.

PATIENT AND PUBLIC INVOLVEMENT

Parent perspectives are integral to every stage of the development, including the input into this protocol, the
systematic review, qualitative interviews, Delphi survey, consensus meeting and dissemination of results. A
parent involvement panel has been established and training is being provided using methods exemplified by
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NIHR INVOLVE. The parent involvement panel have also co-designed the parent animation video to aid
recruitment https://vimeo.com/292143259/f2edb109dd.

STEERING COMMITTEE

An international expert steering committee including healthcare professionals, parents with a lived experience
of stillbirth, charity representatives and researchers with diverse expertise has been convened to guide the
research design, recruitment and development of the core outcome set. This group has stakeholder
representation from Europe, Australia, North America, South America, Africa and Asia.

COLLABORATIONS

We have established the International Collaboration for Harmonising Outcomes fOr Stillbirth research and carE
(iCHOOSE) initiative. The iCHOQOSE collaboration aims to develop a core outcome set for stillbirth care research
with the overall aim of improving outcomes for parents and the wider family. This collaboration is endorsed by
the Core Outcomes in Women’s Health (CROWN) initiative; the Medical Sociology and Health Experiences
Research Group, University of Oxford; the National Stillbirth Centre for Research Excellence, Australia, The
Stillbirth and Neonatal Death Charity (Sands); Tommy’s National Centre for Maternity Improvement, Twins
Trust, Star Legacy Foundation and International Stillbirth Alliance.

STUDY OVERVIEW
The study will be divided into five distinct stages. See Figure 2: iCHOOSE Study overview

STAGE 1: IDENTIFYING POTENTIAL OUTCOMES
Systematic review: What outcomes have been reported?

Previously reported outcomes and associated outcome measurement tools relevant to stillbirth care research
are being identified through a systematic review of the literature. Our systematic review process has been
prospectively registered on PROSPERO International prospective register of systematic reviews
(CRD42018087748). The electronic databases MEDLINE, PubMed, Embase, Scopus, Amed, BNI, CINAHL,
PsycINFO Cochrane Register of Controlled Trials will be searched from 1998 to present. Reference lists of
extracted articles will also be searched. We will include all randomised trials, observational and qualitative
studies that report an outcome following stillbirth. Case reports, editorials, review articles, abstracts and grey
literature will be excluded. Studies including mothers, fathers, children, siblings, and grandparents experiencing
a stillbirth in a singleton or multiple pregnancy will be included. Studies will not be excluded based on the
gestational definition of stillbirth, as the definition varies between jurisdictions. Titles, abstracts and full texts
of studies will be screened independently by two review authors using Covidence systematic review software3>,
Disagreements will be resolved through a third reviewer.
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A standardised, pre-piloted electronic data extraction form has been developed to extract data. Data will be
extracted in duplicate and includes basic publication details (including author and date of publication); study
setting; study population; details of intervention (if applicable); study methodology; outcomes measured
verbatim, their definition (if stated), their relevant outcome measurement tool (if applicable) and whether the
tool is validated for that cultural context and if parents and members of the public were involved in the outcome
selection. A sequential explanatory approach will be undertaken i.e., outcomes from quantitative studies will
be extracted initially followed by outcomes reported in the qualitative literature. This will be done to compare,
and contrast outcomes reported in the qualitative literature. A comprehensive inventory of outcomes reported
will be developed from the data extraction The systematic review will be reported using the Preferred Reporting
Items for Systematic Reviews and Meta-Analyses (PRISMA) guidelines3®.

Qualitative interviews: What outcomes are important to parents?

Capturing patient perspectives is crucial in the development of a core outcome set as they often identify
outcomes not considered by other stakeholders or within the literature 3’. Parents with a lived experience of
stillbirth in the United Kingdom (UK) will be recruited to participate in qualitative interviews through Sands,
National Health Service Hospital Trusts, the Twins Trust, bereavement support groups, the parent involvement
panel and snowballing through personal contacts of the research team and the parent involvement panel. To
ensure diverse opinions participants will be purposively sampled for maximum variation. Participants will
include mothers and fathers/partners from a wide range of social, ethnic, and cultural backgrounds who have
experienced a stillbirth at a range of gestations and time periods since the stillbirth occurred. Parents who have
a personal history of a stillbirth at more than 24 weeks’ gestation (UK definition), at least six months prior to the
study would be eligible to participate. This definition was chosen as recent research has focused on parents’
experiences of care following the death of a baby in pregnancy between 20 and 24 weeks in the UK38. The
findings of this research will be incorporated into the systematic review findings. Furthermore, as we are only
recruiting UK parents, we plan to triangulate the data with outcomes extracted from the qualitative data from
the systematic review. Parents will be interviewed individually or jointly, according to preference. The number

of parents recruited will depend on when theoretical saturation is reached (i.e. when no new themes emerge)
39

With informed consent, semi-structured interviews with parents will be conducted in either parents’ homes, a
suitable private location of their choice or via Zoom teleconference software. A researcher with training in
qualitative interview methods will conduct the interviews (DB) supported by an experienced qualitative
researcher (LH). The interviews will invite parents to narrate their lived experienced of stillbirth. However, an
interview topic guide has also been developed in consultation with the parent involvement panel and guided by
the literature review (See Supplementary material 2: Interview topic guide). The interviews will aim to answer
the following questions: 1) What are parents’ experiences following stillbirth? 2) What issues (outcomes) are
important to parents after they have experienced a stillbirth? 3) What outcomes do parents think are important
to measure so stillbirth care can be improved through research? Interviews will be audio and/or video recorded
and transcribed verbatim. Stillbirth is a sensitive topic, and it is possible parents may experience distress during
the interviews; should this happen, they will be offered the opportunity to pause the interview and, if they
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choose, to stop it completely. They will be signposted to support from their own healthcare provider or
community support services.

Data collection and analysis will be guided by an iterative approach, allowing data analysis of early interviews
to enrich data collection of later interviews. Following a familiarisation process, data will be coded blinded and
in duplicate. Each line of the transcript will be coded systematically, identifying outcomes anchored in the words
of the participant. Using an inductive approach, a codebook will be generated, and the data will be managed
using NVivo software which will help to organise emergent themes. A constant comparative method will be
adopted, whereby transcripts will be re-read, and codes compared with every other occurrence in the
interviews. Data will be analysed and conceptualised into broader categories using the ‘One sheet of paper’
technique?® and the DIPEx (personal experiences of health experiences and illness) techniques for coding*. This
approach has been taken to generate a deeper understanding and meaning of the outcomes, in the context of
the lived experience of stillbirth, using the detail-rich interview transcripts. A collaborative approach will be
taken with the analysis whereby emergent themes and codes will be developed iteratively with input from
members of the project steering committee. The Consolidated criteria for reporting qualitative research
(COREQ) checklist will be used to report the findings of the qualitative interviews*!.

STAGE 2: CREATION OF OUTCOME LONG-LIST AND PILOT WITH THINK ALOUD INTERVIEWS
Creation of outcome long-list

A comprehensive outcome inventory will be developed from all the outcomes identified in the data extraction
of the systematic review and analysis of the qualitative interviews. As an initial step, we will group similar
definitions (extracting the wording description verbatim) under the same outcome name?3. Outcomes will then
be grouped into outcome domains or categories to classify the broad aspects of the effects of interventions or
care3. The outcomes will be organised into outcome categories using an adapted taxonomy that has been
developed for outcomes in medical research to help improve knowledge discovery*?. Each verbatim outcome
definition will be categorised to an outcome name and mapped to a domain independently by two researchers
from multi-professional backgrounds (a health care professional and a health service research methodologist)
to provide transparency. Any differences will be resolved by consulting a senior member of the research team.

Consideration will be given to the order of questions and the number of items as previous research has
demonstrated that question order could affect response rates and actual responses to question items*3. The
final outcome long-list will be reviewed by the steering committee and parent involvement panel. Furthermore,
with input from the parent involvement panel plain language definitions will be developed for each outcome
item.

Pilot and think-aloud interviews

The questionnaire items and response scale format will be piloted using the think-aloud approach to ensure the
ease of completion, readability, understandability and acceptability by stakeholders prior to recruitment?3444>,
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It will also be used to refine the long-list of outcomes. The think-aloud method has been used by other core
outcome set developers to improve their questionnaire design®—*84%, We will examine how parents and other
stakeholders interpret the outcome labels and definitions, check they understand how to complete the nine-
point Likert rating scale and identify problems?3. Participants will think aloud as they work through the draft
Delphi and provide a running commentary on their thoughts on rating of outcomes?3. The interviewer will use
open-ended cognitive probes as described in the interview guide (See Supplementary material 3: Think aloud
topic guide). The probes will ascertain comprehension, retrieval, confidence judgement and responses to
questions®. We will also determine the length of time it takes to complete the survey to ensure response fatigue
is minimal.

Interviews will be face-to-face or via Zoom teleconferencing and will be audio recorded once informed consent
has been obtained. Transcribed interviews will be coded, by two independent researchers according to a
framework of think-aloud categories®®. The coded comments will be subsequently tabulated in a ‘table of
changes’ and for each outcome to provide a transparent method of recording suggestions (See Supplementary
material 4: Table of changes for think aloud interviews and questionnaire development). Suggested changes
in wording, reasons for change and agreed changes will be documented providing transparency in the
guestionnaire development. This approach has been used in think-aloud interviews within the Person-Based
Approach to intervention development®>2, An iterative approach will be adopted; we will revise the
guestionnaire following analysis of an initial sample of think aloud interviews, conduct further interviews, and
revise the questionnaire until data saturation and no further changes are indicated. We estimate that we will
interview approximately 12 to 15 stakeholders. Following these interviews, the final Delphi questionnaire will
be produced.

STAGE 3: INTERNATIONAL DELPHI SURVEY

The core outcome set will be determined using a modified Delphi method. The Delphi methodology has been
used to allow stakeholders with expert knowledge on a particular subject to achieve convergence of opinion on
the importance of different outcomes using sequential questionnaires or face-to-face meetings?. Responses
for each outcome will be summarised and fed back anonymously in the following questionnaire round.
Participants will be able to consider the responses of others and their previous response before re-scoring each
item; this has the benefit of allowing participants to review previous round results independently, with the
overall aim to achieve consensus.

Selection and recruitment of stakeholders

Representatives from all stakeholder groups will be invited to participate in the think-aloud interviews, the
Delphi survey and consensus meetings. Stakeholders will include two main groups: parents with a lived
experience of stillbirth and professionals. The professional stakeholder group will include healthcare
professionals caring for parents who have experienced stillbirth (e.g. obstetricians, midwives, general
practitioners, sonographers, psychiatrists, psychologists and doulas), researchers, bereavement charity
representatives and stillbirth advocates. Due to translation costs and financial limitations of the study, non-
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English speakers will be excluded. A stakeholder recruitment sampling frame will be created to ensure there is
maximum variation in the sample.

As stillbirth occurs globally, participants will be sought through an international network of parent support
groups, organisations, professional associations and charities, including from high, low- and middle- income
countries. We will aim to achieve representation from most continents including Europe, Africa, Asia, Australia,
North America and South America. We will aim to recruit a diverse range of mothers and fathers/partners who
have experienced a stillbirth at a range of gestations and time periods since the stillbirth occurred. Family
members of parents who experience stillbirth, for example grandparents, siblings or other immediate family
member will also be eligible to participate. Parents will be identified via charity support groups, social media,
and the International Stillbirth Alliance. We will work with international collaborators in participating countries
to use websites and social media that are most relevant to parents that we wish to approach. Healthcare
professionals will be identified via email distribution lists using links with the Royal College of Obstetricians and
Gynaecologists, the Royal College of Midwives, the International Stillbirth Alliance, the British Psychological
Society (counselling, health psychology and clinical psychology divisions), Royal College of General Practitioners
and British Association for Counselling and Psychotherapy. Researchers will be identified through authors of
papers in the systematic review, and research networks.

Sample size

There are no generally accepted guidelines for the optimal size to achieve a consensus in Delphi Studies.
Decisions about on how many individuals to include in a Delphi process is pragmatic, and not based on statistical
power23>3, Careful consideration will be made to sample stakeholders with a breadth of experience. For the
Delphi survey, a minimum of 100 participants per stakeholder group (100 parents and 100 professionals) will be
recruited to account for a 20% drop-out rate>*>>. This estimate is based on the typical response rate found from
a review of published and ongoing studies that included Delphi to develop a core outcome set>* We will use
evidence-based methods for maximizing recruiting and retaining participants between rounds, for example,
direct personalised email invitations, promotional animation and demonstration videos for each round of the
Delphi and adopting a minimum waiting time between rounds one and two>*>6,

Delphi Survey

Respondents will be invited to complete two sequential rounds of the Delphi survey via email. Study data will
be collected and managed using REDCap (Research Electronic Data Capture) tools hosted at the University of
Bristol®”. REDCap is a secure, web-based application designed to support data capture for research studies,
providing: 1) an intuitive interface for validated data entry; 2) audit trails for tracking data manipulation and
export procedures; 3) automated export procedures for seamless data downloads to common statistical
packages; and 4) procedures for importing data from external sources®’. Informed consent will be obtained via
REDCap from all participants who agree to take part. The data will be analysed using STATA>.

Participants will be asked to indicate the importance of each outcome using a nine point Likert scale devised by
the Grading of Recommendations Assessment Development and Evaluations (GRADE) working group®®. They
will also be given the opportunity to add additional outcomes to be incorporated into round two of the survey.

After round one, data will be analysed using descriptive statistics to produce a summary of the results, including
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the presentation of the results in histograms. An anonymous summary of the responses will be fed back to
participants according to each stakeholder group in round two of the survey and each participant will receive
their own previous scores for round one. Participants will be asked to reflect on the stakeholder group scores
and their own score before rescoring each outcome and new outcomes identified by participants from round
one. Any outcomes not deemed important by the pre-specified criteria (see below) will be excluded. If a
participant does not complete round two of the Delphi survey, their scores from round one will be counted as
valid and retained in the study. The rate of missing responses will be reported with the results of the Delphi
survey. The round two results will be reviewed by the steering committee to consider the need for a third Delphi
survey round.

Consensus definition

A standardised consensus definition will be applied to enable core outcomes to be identified: [1] ‘Consensus in’
(classify as a core outcome): Over 70% of participants in at least one stakeholder group score outcome 'critical’
(score seven to nine) and less than 15% of participants in at least one stakeholder group score outcome 'limited
importance’ (score one to three). [2] ‘Consensus out’ (do not classify as a core outcome): Over 70% of
participants in at least one stakeholder group score outcome domain 'limited importance’ (score one to three)
and less than 15% of participants in at least one stakeholder group score outcome domain ‘critical' (score seven
to nine); or [3] ‘No Consensus’ (do not classify as a core outcome): Anything else?326, See figure 3: Consensus
definition.

The rationale for this definition is that for an outcome to be included in the core outcome set, it requires
agreement by the majority that it is of critical importance and only a small minority consider it to have little
importance. This definition will be reviewed by the steering Committee after Round 1 of the Delphi if a large
proportion of outcomes are classified as ‘Consensus in’. Possible strategies that could be adopted to be more
stringent in the definition could include, having a higher percentage cut-off of stakeholders who need to score
an outcome seven to nine to be ‘Consensus in’ (80% of participants in at least one stakeholder group) or deciding
an outcome to be ‘critical’ only if scored eight to nine. Particular caution will be applied in the review of this
definition to ensure that variation in parents’ views is not lost between rounds.

STAGE 4: CONSENSUS MEETINGS TO DECIDE THE CORE OUTCOME SET

At least two consensus meetings will take place to discuss the results of the survey and agree the final core
outcome set. Stakeholders will be asked if they are willing to participate in the consensus meetings at the end
of the Delphi questionnaire and will invited once the analysis of round two has been completed. If a large
number of stakeholders are interested in attending the meetings, we will aim to have minimum representation
from each continent and each stakeholder group. It is anticipated that these meetings will be either face-to-
face or virtually via Zoom teleconferencing software and informed consent will be taken prior to
commencement of each meeting. The meetings will be run sensitively by researchers and a bereavement care
midwife who are experienced in running research meetings with bereaved parents®>°. A representative from
the Sands Charity and International Stillbirth Alliance will also be present for the meeting to support parents if

required. The initial meeting will take place only with parents. This pre-meeting will allow parents to have the
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equal opportunity to voice their opinions without intimidation or influence from the other stakeholder groups.
A sub-set of parent representatives will be invited to the second consensus meeting (and potentially third
consensus meeting) with all stakeholder groups.

A modified Nominal Group Technique will be used to further prioritise consensus outcomes®. This technique
ensures that all participants have the opportunity to provide their perspectives and to hear the views of others.
The modified Nominal Group Technique does not rely on statistical power. It is anticipated that eight to ten
participants from each stakeholder group will participate in the consensus meetings, as this number has yielded
sufficient results in the development of previous core outcome sets®?,62,

Prior to the meeting attendees will be sent a reminder of their own personal Delphi score. A facilitator will
present the results from the earlier rounds according to each stakeholder group. All potential core outcomes
reaching the standardised definition for ‘Consensus in” will be discussed. Participants in the meeting will be
either asked to work individually or split into small groups or pairs to consider the outcomes, including any
outcomes that they feel are missing. All the participants are then brought together to discuss each outcome in
turn. Each participant will be asked to contribute their opinions on outcomes considered for inclusion in the
final core outcome set. With consent of the participants the consensus meetings will be audio and video
recorded and minuted.

A further round of voting and discussion will take place with the aim of achieving consensus and ratifying the
final core outcome set. Items will be categorised as ‘Consensus in — outcome included in the final core outcome
set’, ‘Consensus out — outcome not included in the final core outcome set’ or ‘No consensus - outcomes for
which opinions on inclusion are divided’. This will be facilitated by online, smartphone or electronic keypad
technology, allowing for all present to vote anonymously and simultaneously. Outcomes will be rejected where
there is again ‘No consensus’ reached at this stage. The transcribed meeting will be uploaded onto NVivo and
analysed using a content analysis to contextualise the decision making around the development of the core
outcome set®,

Identifying outcome measurement tools using the literature

Once the core outcome set is agreed it is important to determine how outcomes should be measured so that
the core outcome set can be fully utilised?%23. Currently there are no guidelines available to support outcome
measurement instrument selection for core outcome sets. Future research will include identifying potential
outcome measurement tools for each outcome in the core outcome set from the systematic review. If no
outcome measurement tools are identified for a core outcome using this method, this will be acknowledged,
and identification and/or development, quality assessment and selection of suitable outcome measurement
tools will form part of future research work.

Ethics and dissemination
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STAGE 5: SHARE AND PROMOTE - Dissemination

We are aiming for this core outcome to be used in all future stillbirth care research. The dissemination strategy
will be developed with the steering committee, the parent involvement panel, and the University of Bristol’s
Public Engagement Office. A range of methods will be used to raise awareness of the core outcome set and
promote its adoption. The results of the systematic review, qualitative interviews, think-aloud interviews, the
Delphi process and consensus meetings will be published in peer-reviewed speciality journals. An overview of
the core outcome set will be disseminated to the Core Outcomes in Women’s Health (CROWN) and Core
Outcome Measures in Effectiveness Trials (COMET) initiatives. The results will be presented at national and
international scientific conferences of the International Stillbirth Alliance (ISA), Royal College of Obstetricians
and Gynaecologists, Royal College of Midwives, International Federation of Gynecology and Obstetrics, British
Maternal & Fetal Society, the and the COMET conferences. Furthermore, we will promote a high-level
awareness of the study and the core outcome set through social media via parent organisations and charities.
Results will also be directly shared with professional associations, relevant university research departments and
clinical guideline developers to maximise uptake of the final core outcome set.

Ethics

Ethical approval for the qualitative interviews has been approved by Berkshire Ethics Committee REC Referene
12/SC/0495.

Ethical approval for the think-aloud interviews, Delphi survey and consensus meetings has been awarded from
the University of Bristol Faculty of Health Sciences Research Ethics Committee (Reference number:116535).
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eSupporting birth choices
¢ Spending time with baby (e.g.
Seeing and holding baby)

*Memory making with baby (e.g.

tokens of rememberance)

eSupporting parent's decisions
about investigations into why a
baby died

¢ Parental engagement into the
hospital review of their baby's
death

*Bereavement care pathway

el actation care

BMJ Open

eCounselling

ePsychological intervention
eSocial support

eParent support resources
*Peer support
*Bereavement care pathway

*Pre-pregnancy counselling

eSpecialist care in a subsequent
pregnancy

ePharmalogical interventions

eSupportive maternity care
pathways

ePsychological support
ePsychological intervention

Figure 1: Types of interventions after stillbirth that should be evaluated using outcomes
identified in the core outcome set
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Consensus in (core Consensus out (Not
outcome) core outcome)

eOver 70% of participants in at eQOver 70% of participants in at
least one stakeholder group least one stakeholder group
score outcome 'critical’ (score score outcome domain
seven to nine) 'Limited importance’ (score
eLess than 15% of participants one to three)
in at least one stakeholder eLess than 15% of participants
group score outcome 'limited in at least one stakeholder
importance’ (score one to group score outcome domain
three) ‘critical' (score seven to nine);

Figure 3: Consensus Definition

No consensus (Not core
outcome)

eAnything else
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Core Outcome Set-STAndardised Protocol Items (COS-STAP) Checklist for the iCHOOSE

Study
Item Name Location
Number
1 Identify in the title that the paper describes the TITLE/ABSTRACT
protocol for the planned development of a COS Page 1
2 Provide a structured abstract ABSTRACT
Page 1-2
3 Describe the background and explain the INTRODUCTION
rationale for developing the COS Page 3-4
P Describe the specific objectives with reference to | INTRODUCTION and AIMS
developing a COS AND OBJECTIVES
Page 4
5 Describe the health condition(s) and INTRODUCTION AND
population(s) that will be covered by the COS METHODS AND ANALYSIS
Page 5
[Scope — Health Condition and
Population]
6 Describe the intervention(s) that will be covered | INTRODUCTION AND
by the COS METHODS AND ANALYSIS
[Scope — Intervention]
Page 5
7 Describe the setting(s) that will be covered by the | INTRODUCTION AND
Ccos METHODS AND ANALYSIS
Page 5
8 Indicate the COS study registration details and REGISTRATION DETAILS
registry name. If not yet registered indicate the Page 2
intended registry
9 Describe any study oversight committees STEERING COMMITTEE AND
PATIENT AND PUBLIC
INVOLVEMENT
Page5&6
10 Describe sources of funding, role of funders FUNDING STATEMENT Page
13-14
11 Describe any potential conflicts of interest within | CONFLICTS OF INTEREST
the study team and how these will be managed Page 14
12 Describe the stakeholder groups to be involved in | METHODS —STAKEHOLDERS

the COS development process and the rationale
for their involvement

Page 9-10
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13 Describe the eligibility criteria for individuals from | METHODS —STAKEHOLDERS
each stakeholder group Page 9-10

14 Describe how individuals of each stakeholder METHODS —STAKEHOLDERS
groups will be identified Page 9-10

15 Describe how individuals of each stakeholder METHODS —STAKEHOLDERS
group will be chosen from within the stakeholder | Page 9-10
group

16 Describe how many planned individuals within METHODS —STAKEHOLDERS
each stakeholder group will be invited to [Participants — Sample Size]
participate in the consensus process Page 10

17 Describe how individuals will be invited to take METHODS —STAKEHOLDERS
part in the consensus process Page 10

18 Describe the information sources that will be METHODS — SYSTEMATIC
used to identify the list of outcomes. Outline the | REVIEW AND QUALITATIVE
methods or reference other protocols/papers. INTERVIEWS

Page 6&7

19 Describe how outcomes may be METHODS
dropped/combined, with reasons Page 11

20 Describe the methods to identify outcome METHODS
descriptor terms Page 8&9

21 Describe the plans for how the consensus process | METHODS
will be undertaken Page 9-12

22 Describe what information will be presented to METHODS
participants at the start of the consensus process | Page 8-9

23 Describe what each participant will be asked to METHODS
do at each stage of the consensus process Page 11

24 Describe how the participants will receive any METHODS
feedback during the consensus process Page 11

25 Describe how non-response (or partial response) | METHODS
will be handled during the consensus process Page 11

26 Describe how the study material will be made METHODS
patient friendly and understandable (if relevant) Page 8-9

27 Describe the consensus definition METHODS Page 11-12

28 Describe the procedure for determining how METHODS
outcomes will be added/combined/dropped from | Page 11
consideration during the consensus process

29 Describe how outcomes will be scored and METHODS
summarised Page 11
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30 Describe how the response rate will be METHODS
maximised Page 10
31 Describe how attrition bias will be assessed METHODS
Page 11
32 Describe any software that will be used during METHODS
the consensus process and to analyse the results | Page 10
33 Describe any plans for obtaining research ethics ETHICS/ DISSEMINATION
committee / institutional review board approval Page 13
in relation to the consensus process (if relevant)
34 Describe how informed consent will be obtained | ETHICS/ DISSEMINATION &
(if relevant) METHODS
Page 7,9, 10, 11,12
35 Describe any details about how the METHODS
confidentiality of data collection will be preserved | Page 10-11

during the consensus process (if relevant)
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A)The parent experience

I’d like you to tell me your story with as much detail as possible. Then | may have some extra questions
if you have not covered them already. We would like to find out your experience and we are particularly
interested in how your loss has affected you/and your partner’s health.

1) The diagnosis of the stillbirth

o Can you take me back to the beginning of you story, perhaps start from when you first found out you
were pregnant?

2) The time between diagnosis and birth (If applicable)

o What happened after you found out you your baby had died e.g. did you go home/stay in hospital/be
induced?

3) The birth of your baby

o What was your experience of giving birth to your baby?
o How do you feel about the way you gave birth now?

4) Your stay in hospital
o What happened after your baby was born?

5) Memory Making
o How did you spend time with your baby? If you were unable to spend time with baby, then why not?
Examples include: did you see or hold the baby, did you take photos, foot prints
o How did it make you feel at the time?
o What do you feel about the experience now?
o Which memories are the most meaningful to you now?

6) Post mortem & hospital tests
o What hospital tests did you or your baby have afterwards?
o What information did you learn from the post mortem and/or additional tests?

o How did you feel about your choice at the time & how do you feel about it now? (If did or did not have
PM)

7) The review process by the hospital (perinatal mortality review)

o What was your experience of the hospital review process of you and your baby’s case?
o Were the involved in the case?
o If parental engagement In review — how did it affect them?

8) The funeral

o What information & support were you given about the baby’s funeral?
o If had funeral, can you tell me more about it
o How did that make you feel at the time/how do you feel about it now?

9) When you went home

o Can you tell me about how you made the decision about going home?
o What happened in the days/weeks after you went home?
o How did you feel when you went home?

10) Follow up care by healthcare professionals (e.g hospital consultant,
midwife, GP, anyone else?)
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o What follow up care did you receive from the hospital e.g. follow up appointment with consultant,

; bereavement midwife?

3 o What advice were you given in your follow up appointment about becoming pregnant again?

4 o Were you told how long you should wait before becoming pregnant again (if not discussed)? What
5 will the care be like? What will the birth be like? What were your thoughts about this?

6 o What was the contact with the GP/community midwife like?

7 o What was the impact of the healthcare professionals care on you?

8

o 11)  Additional care

11 o Following your experience did you seek any further professional advice or care?

12 o Examples include second opinion, counselling

13 o Ifyes, how did you feel about this care?

14 o What was the impact of counselling on you? May consider benefits and harms?

15 o Were there any other ways/methods you dealt with the stillbirth?

1? o Examples could include exercise, mindfulness, charity work, yoga, new hobby, support groups
18

19 12) Support groups

20 o Did you seek any help from support groups?

;1 o How did that impact you?

23 o Did you seek any support from online communities?

24

25

26 13) Plans for future pregnancies

;é o What were your thoughts about becoming pregnant again?

29 What influenced your decision? Did you seek any alternative advice? What were the sources of your
30 information?

31

> B)Outcomes

34

35 . .

2 1a) Impact on next pregnancy (if applicable)

37 o Have you had any more pregnancies since? Tell me about your next pregnancy

38 o How did your previous experience affect your next pregnancy?

39 o How were you looked after in your next pregnancy?

40 o Examples: were you treated differently by medical professionals during antenatal care? did you have any
41 extra care, appointments, scans or tests? Was the type of birth different?

jé o How did becoming pregnant affect you and/or your partner?

44 o How did being pregnant affect your health? (physical & mental)

45 o What support (psychological) was offered during pregnancy and after birth?

46 o Were there any complications in the subsequent pregnancy?

47 o Did the subsequent pregnancy have an effect on other areas of your life?

48

49

5o 1b) If no further pregnancies:

51 o How did not becoming pregnant again affect you?

gg o Did you seek any fertility treatment & If yes, could you tell me about it and how did it effect you?
54

55 2) Impact of experience on physical & mental health

56

57

58 Opening statement: In this part of interview | will ask about you and your partners health including the
59  impact the stillbirth had on your physical and mental health

o How do you think your experience affected your health in the short term (physical and mental)?
o How do you think your experience affected your health in the long term (physical and mental)?
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If does not mention:

Has your experience affected your mental health?

Have you had low mood/anxiety/PTSD?

How has your experience affected your physical health?

Has is it affected your sleep?

Has your experience affected your body image/self-esteem?

Did you do anything to improve your health after the experience? What were you encouraged to do?
Could there have been anything done to minimise the impact on you and your health?

Have any new medical conditions emerged since the stillbirth? Have you had any treatment/therapy?
What medications have you taken (if any) following the stillbirth?

O O O O

14) Relationships

o How has your experience affected your relationships?
= Your partner (weeks, months, years); Your family (weeks, months, years); Your friends (weeks,
months, years)
o What was the impact of new babies on you?

15) Relationship with children (if applicable)
o How has your experience affected your relationship with your children?
o Has your experience affected bonding/parenting with your children?
o Have your children needed to have any additional support?

16) Communication
o How did you tell people about your stillbirth?
o How did they respond and how did it affect you?
o What was the impact of social media/media/news stories on you?

17) Employment - going back to work/Finances
o How did you break the news to your colleagues?

o How did your experience affect your job? (if applicable)

o How did the response of your employer affect you (and/or your decision to return to work)?

o How did your experience affect your finances? How did finances affect your decision making?
o If money was no issue, when would have been the right time to return to work in your opinion?

18) Outcomes to develop core outcome set
O

If we were going to improve care or research after stillbirth what would be important in your opinion to
measure to see if the care worked? Examples include mental health, physical, return to work

o If we were going to improve health after stillbirth what aspect of health would be important to you to
improve?

o Ifunable to answer: How would you improve about the care you received. If that care was improved how
would that affected your life and health?

19) Key messages to parents & healthcare professionals

Opening statement: Bearing In mind parents might receive this information whilst in hospital/preparing to go into
hospital or newly discharged...

o What would be your advice to parent who might be going through a similar experience?

o What would be your overall key messages to healthcare professionals looking after parents who experience
stillbirth?
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Supplementary material 3: Think aloud topic guide
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Interview Guide
Harmonising outcomes for research and care after stillbirth (The iCHOOSE Study)

Think-aloud interviews for the development of a core outcome set questionnaire
Introduction to study

These interviews aim to find out about how you go about completing a questionnaire to develop a core outcome
set. You will be asked to provide a running commentary on how you rate the importance of individual outcomes.
We are particularly interested in how you understand the questions, how difficult or easy it is to rate the
outcomes, the wording of the outcomes and any changes you would make to the questionnaire. We are also
interested in whether there are additional outcomes that should be included in the questionnaire.

If at any time you don’t want to continue the interview, you are free to tell me that you wish to stop, and we
can either take a break or you can stop completely. It’s fine for you to do that.

Interview Instructions

Participants will be read the following instructions, adapted from Green and Gilhooly (1996) and French et al.
(2007):

We are interested in how people complete the following questionnaire. This questionnaire will ask you to rank
outcomes on how important they are to you to measure in research and evaluating care after stillbirth. We
want to check that people understand the questions in the way that we meant them. To do this, | am going to
ask you to 'think aloud’ as you complete the questionnaire. What | mean by ‘think aloud’ is that | want you to
tell me everything you are thinking as you read each question and decide how to answer it. | would like you to
talk aloud constantly. | don’t want you to plan out what you say or try to explain to me what you are saying. Just
act as if you are alone in the room speaking to yourself. If you are silent for any long period of time, | will ask
you to talk or ask you question to help you. Please try to speak as clearly as possible, as | shall be recording you
as you speak. Do you understand what | want you to do?

Interview question probes (Adapted from Collins (2003), French et al (2007) and McCorry (2013))

General
e Tell me what are you thinking?
e How did you go about rating that outcome?
e How easy or difficult did you find this outcome to rate?
e Would you like to make any changes to this question/outcome?
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Comprehension
e What does that outcome mean to you?
e What did you understand by this outcome?
e Arethere any problems with the wording of this outcome?

Retrieval
e How did you calculate your answer?
e |s this outcome relevant to a particular time period that you can relate to?
e How applicable is this outcome to your individual circumstances?

Confidence judgement
e How sure of your answer are you?

Response
e How did you feel about answering this question?

Additional outcomes

e Would you like to include any other additional outcomes?
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Supplementary material 4: Table of changes for think aloud interviews and questionnaire development
Delphi Questionnaire for core outcome set for research after stillbirth
Negative Comments Positive Comments Possible Change Reason for change Agreed change MoScoW
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