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ABSTRACT

Objectives To gather knowledge on the current debate,
opinions and attitudes of Italian patient and citizen groups
on individual participant data (IPD) sharing from clinical
studies.

Design Cross-sectional online survey.

Setting and participants A 22-item online questionnaire
was sent by email to 2003 contacts of patient and citizen
groups in Italy. We received 311 responses, checked

for duplicate respondents (16); 295 single groups
responded, 280 providing questionnaires eligible for
analysis (response rate 15%). Ninety (32.1%) dealt with
oncology and palliative care, 175 (46.2%) operated locally
or regionally and 136 (48.6%) were involved in clinical
research.

Outcome measure Data on Italian patient and citizen groups’
self-reported knowledge, attitudes and opinions on IPD
sharing, mechanisms for IPD access, advantages and risks.
Results Half the respondents (144 out of 280, 51%) had
some knowledge about the IPD sharing debate, and 60
(42%) stated they had an official position (35 in favour,

19 in favour with restrictions, 2 against, 1 neither for

nor against, 3 missing). Nineteen discussed the topic
encouraged by this survey; 39% approved broad access
by researchers and other professions and identified
information to participants, data de-identification, secure
archives, access agreements and sanctions for misuse

as important aspects of IPD sharing models. Respondents
highlighted re-identification, privacy and re-use of data for
purposes that participants do not agree on, as main risks,
advancement of innovation and reducing waste in research
as main advantages. Around half believed IPD sharing
would not discourage study participation.

Conclusions Half the respondents were aware of the debate.
Those who had an official position were mainly in favour

of IPD sharing. Many supported broad access, asking for
conditions important for building trust in entities that handle
IPD sharing. Although limited by the low response rate, these
findings reinforce the demand for reliable and transparent
processes where accountabilities are clear.

INTRODUCTION

Transparency and access to research data
are key features of research policies, as they
promote optimal use of the data generated
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Strengths and limitations of this study

» To our knowledge, this is the first survey about data
sharing addressing patient and citizen groups.

» Patients’ representatives revised the questionnaire
and the survey introduction.

» The sample of respondents may not be fully repre-
sentative of all ltalian patient and citizen groups.

» The overall response rate was low (15%).

by research projects. Increased access and
re-use of data from clinical studies, together
with the registration of study protocols and
publication of all results, could potentially
boost the importance and reliability of infor-
mation supporting decision-making and, as a
final consequence, patients’ care.

Individual participant data (IPD) refer to
the data recorded for each participant in a
study, as opposed to the term ‘aggregate data’
which refers to information averaged or esti-
mated across all individuals in the study.

Access to IPD from clinical studies could
reduce unnecessary duplication and expo-
sure of participants in future trials to avoid-
able harms, increase research integrity,
reduce waste and boost the reliability of
evidence used in health decision-making." * It
can also improve data re-analysis and pooling
and lead to new hypotheses about mecha-
nisms of disease and more effective therapies
to be tested.”

Interest and discussion about whether or
how to make clinical research IPD data avail-
able for secondary use outside the bound-
aries of the researchers who generated them
has grown substantially in recent years. Clin-
ical study data sharing has been promoted
by many stakeholders, including funders,”
researchers," journal editors’ and pharma-
ceutical companies.®

BM)

Colombo C, et al. BMJ Open 2019;9:€024863. doi:10.1136/bmjopen-2018-024863 1


http://bmjopen.bmj.com/
http://dx.doi.org/10.1136/bmjopen-2018-024863
http://dx.doi.org/10.1136/bmjopen-2018-024863
http://dx.doi.org/10.1136/bmjopen-2018-024863
http://crossmark.crossref.org/dialog/?doi=10.1136/bmjopen-2018-024863&domain=pdf&date_stamp=2019-02-05
http://bmjopen.bmj.com/

The few empirical assessments of the efficiency of these
initiatives have reported encouraging results, though still
suboptimal in terms of trial data actually shared.”""

The primary perspective of these initiatives may differ,
as well as the weight placed on the different aspects of
the process. However, there is a clear common tendency
to increase clinical study data access for re-use, aiming at
improving the reliability of evidence needed for health
decision-making. The debate has shifted from whether
to share to how to develop standards for effectively and
safely sharing the data.”'* It has been understood for a
while that any constructive debate about clinical research
data sharing requires the involvement of different
actors, including study participants and the general
public."*® Data sharing matters to patients and society,
as it improves research transparency and can boost the
value of trial participants’ data. At the same time, it raises
several ethical issues, broadly matching those concerning
the sharing and re-use of biosamples.'” Questions
include the value of transparency and integrity of data to
respect research participants,'® ' whether data in clinical
studies are a public good,” to whom do they belong," *!
who should decide on data sharing and secondary use,
whether privacy is guaranteed®” and what does it mean to
provide ‘informed consent’ considering that future uses
of data are not fully predictable.

Citizens, patients and their associations are promoting
initiatives to share their data and call for a role in deciding
which research questions to address.”**

The growing engagement of patient and citizen groups
in healthcare decisions and research promotion gives
them an important role in shaping health and research
policies, with differences according to the country
and setting of reference.”™ They also have a role in
providing information to their members and the public,
potentially influencing opinions and attitudes. Involving
the public and study participants in the discussion about
data sharing and re-use is, therefore, necessary, partly
to ensure the legitimacy of the proposed practices and
systems of governance.

To be effective, any data sharing initiative should
consider the opinions, attitudes and perceptions of
citizens, patients and their associations and some proj-
ects and initiatives on clinical studies data sharing have
already included patients’ representatives in this discus-
sion. 252981

Over the last few decades there has been a steady
increase in the number of studies exploring public atti-
tudes or acceptability of secondary uses of health data.”°
In general, these have found widespread, although condi-
tional, support for re-use of data for health research. Bene-
fits to wider society, research done for public interest and
trust in the organisations handling data access have been
widely considered important for ensuring public support
and the acceptability of data sharing. Other conditions
are anonymisation, accountability mechanisms to protect
against misuse or abuse of data, and perceived autonomy
or individual control over how data are used.”

A study in a US emergency department and a survey
aimed at clinical trial participants in USA reached similar
results, with most of the persons agreeing on sharing
de-identified data from clinical trials. However, in the
former study, a quarter said that they would be less likely
to participate in a trial if data were to be shared, and in the
latter more than a third were concerned that IPD sharing
might make people less willing to participate.””* Patients’
reluctance to share their health data is often cited as a
major barrier to IPD sharing. However, according to the
data,” this seems to be a perception rather than a real
barrier. Moreover, the clinical study data sharing scenario
is rapidly evolving, with several initiatives launched in
recent years that are already making data available for
further research.” These studies addressed different
targets but, to our knowledge, none specifically aimed
at patient and citizen groups. In the light of the actual
and potential role of these groups in health and research
policies, we ran an online survey to collect specific infor-
mation on Italian patient and citizen groups’ views about
IPD sharing from clinical studies. We aimed to gather
knowledge on the current debate, opinions, that is, what
patient and citizen groups think about this issue, and atti-
tudes, that is, their intentions for behaviour. We launched
the survey also to arouse interest in this topic and foster a
discussion in invited patient and citizen groups.

METHODS

Survey questionnaire

The survey was planned and developed by the authors
and revised by one member from each of three patient
groups, and the final version was constructed in a ‘Survey
Monkey’. Before the launch, the survey was tested for
technical functionality by three of the authors, and then
sent by email.

The questionnaire comprised 22 questions organised
in five sections: the first was designed to provide an over-
view of respondents and the group’s involvement in clin-
ical research (6 questions); the second section regarded
knowledge of the current debate on IPD sharing and any
official position taken by the group (5 questions); the
third was about who should have access to IPD data and
possible mechanisms (2 questions); the fourth section was
about risks and advantages of IPD data sharing (3 ques-
tions). Six final questions were aimed at describing the
respondents’ group better. The online supplementary
appendix 1 reports an English translation of the intro-
duction to the survey and questionnaire.

As illustrated in figure 1, some questions were condi-
tional on specific answers, that is, applicable only to
respondents who provided a specific answer to a previous
question. Questions 1 to 7 were aimed at all respondents
to gather a minimum of meaningful information about
each group. Question 7 ‘Is your association aware about
the current debate on sharing and access to individual
participant data from clinical studies?’ triggered different
pathways of questions. Questions on who should have
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Q 1-6 responder and advocacy group
characteristics

!

‘ Q 7 Is your group aware about the topic? ‘

Yes No /I don’t know

Q 8 In which circumstances have you
discussed it?

I

Q 9 Has your group taken an official
position?

Q 10 What is your group’s
position?

/ \

In favour /in favour with
restrictions/ neither for nor
| against

| ] v
Q 12 Who do you think
‘ should have access?

| !
Q13 Aspects and

‘ mechanisms to ensure a fair
and secure process?

| l ‘,

\———> Q 14-16 Risks and advantages of IPD
sharing

l

Q 17-22 Additional questions
about the group

Against

Figure 1
data.

Pathways of questions. IPD, individual participant

access to IPD data and possible mechanisms for fair and
secure access (questions 12 and 13) were addressed only
to groups with a knowledge about the subject and who
were not against IPD data sharing. We deemed it inter-
esting to address the questions about IPD sharing risks
and advantages (questions 14-16) to all the respondents,
irrespective of their knowledge about data sharing.

Survey sample

In Italy, there is no national comprehensive database of
patient and citizen groups. Therefore, we sent the survey
to all the groups listed in a large database established at
the Laboratory for Research on Consumer Involvement
of the Istituto di Ricerche Farmacologiche Mario Negri
IRCCS in Milan.?” Patient and citizen groups in Italy are
fragmented and vary over time and in different areas,
making it difficult to draw up a complete list and keep it

updated. We identified groups from online searches (for
instance, using keywords such as patient groups, patient
association, citizen association, plus terms related to
specific diseases), public institution websites (Ministry of
Health, Italian Revenue Agency, regional and local health
agencies), lists reported in books and reports, personal
contacts, and patient and citizen groups already working
with the Laboratory. The database is updated through
revisions of these searches, email or phone calls to patient
and citizen groups, and personal contacts. We refer to
patients and citizens groups, as the database contains
groups that deal with a given disease or condition
(lobbying, healthcare assistance and so on) and commu-
nity-oriented groups that advocate for healthcare rights
of people, often referred to as citizens or consumers.

Patient groups in the database vary widely, in their
spectra of disease areas, as for instance cancer, diabetes,
neurological diseases, HIV; their expertise in clinical
research promotion, lobbying and support to patients
and their families. Some groups act only locally and
regionally. Citizen groups vary too, particularly in terms
of their area of activity and expertise in clinical research
promotion.

Survey procedure

Although no login or password was required to access
the survey, the link to the questionnaire was sent by email
to a specific list of patient and citizen groups, so it was
restricted to the invited groups. An invitation message
and a brief explanation of IPD sharing clarifying that
respondents were being asked to answer on behalf of their
group, and the aim of the survey, were sent, together with
the link to the web questionnaire (online supplementary
appendix 1). Patient and citizen groups could voluntarily
respond to the survey over 4months, from 22 June 2017
to 3 November 2017. Four reminders were sent by email
to non-respondents: two times in July, 10 and 20 days after
the initial mailing, then two times in October.

The survey did not collect respondents’ name or other
personal information, and no cookies were used to assign
a user identifier; the Internet Protocol (IP) address of
respondents was not checked. In the invitation email
and in the introduction to the survey, we explained that
the data were to be analysed for research purposes and
that the Istituto di Ricerche Farmacologiche Mario Negri
IRCCS was responsible for data collection and manage-
ment. We specified that the project and its findings were
going to be published in scientific articles. In view of the
nature of this survey, no ethics committee approval was
required, under Italian law.

Data analysis

The answers to each question were collected and
summarised as numbers and percentages. We established
in advance that a questionnaire would be considered
eligible for analysis if respondents provided a minimum
set of information answering the first seven questions
(online supplementary appendix 1). Incomplete eligible
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questionnaires, that is, eligible questionnaires which were
terminated early and did not answer all 22 questions,
were included in the analysis. The denominator for each
question was different due to missing data. The frequency
of answers differs from question to question because of
both non-respondents and conditional questions. As
we did not record respondents’ IP addresses, potential
duplicate entries were checked manually, comparing the
name of the group and its main characteristics (number
of members, field of interest and so on). If there was
more than one questionnaire regarding the same group,
we used the following criteria to select one entry out of
duplicates: first, we considered the most completed ques-
tionnaire; second, the questionnaire filled in by the pres-
ident over other roles; third, the questionnaire submitted
earliest.
We analysed eligible questionnaires using SAS V.9.4.

Patient involvement

Before launching the survey, we contacted by phone or
email three members of three patient groups to collect
their comments on whether a survey on IPD sharing
could be of interest for Italian patient and citizen groups.
We then sent them a draft of the questionnaire and the
introductory text and collected their specific revisions
and comments. Feedbacks regarded the clarity of terms,
such as transparency in the context of clinical research,
the request for adding examples, length and layout.
Most suggestions were included in the final versions
while, because of space limits, examples were provided
by linking the survey to an online article (see the online
supplementary appendix 1).

RESULTS
Out of 2003 email contacts reached, 295 single groups
participated in the survey (overall response rate 15%). We
excluded 15 questionnaires as they did not answer the first
7 questions, and analysed the 280 eligible questionnaires.
Figure 2 shows the number of patient and citizen groups
invited, those who responded, the number of single ques-
tionnaires, and the number of eligible and analysed ques-
tionnaires. The online supplementary appendix 2 reports
the number of responses to each question.

The presidents or vice-presidents of the patient and
citizen groups provided the answers in more than
two-thirds of the questionnaires analysed.

Characteristics of respondents

Table 1 reports the main characteristics of patient and
citizen groups that responded to the survey. One-third of
the respondents were from groups dealing with oncolog-
ical diseases and palliative care. Thirty-seven per cent had
fewer than 100 members and the majority operated at
the local or regional level. The patient and citizen groups
that responded to the survey were mainly involved in
education and dissemination of information and health
and social support (eg, home care, access to services).

E-mails sent
June, July, Oct 2017
(2,108)

Failed emails (105):
v addresses no longer valid,
associations no longer existing

A4

Emails delivered to patient and
advocacy groups (2,003)

A 4

Responders (311)

Duplicate questionnaires
discarded (16)

A 4

A

Total single questionnaires
received (295)

Non-eligible
questionnaires (15)

\4

Questionnaires analysed
(280)

Figure 2 Flow diagram: patient and citizen groups invited,
questionnaires received and analysed.

Forty per cent (109 of the 280) said that they provided
some form of financial support for research. About half
the respondents declared that patients and citizens were
the majority of their executive board members, while in
about 10%, patients and citizens were a minority or not
included in the board. Annual membership fees, dona-
tions and bequests were the most common financial
sources.

Involvement in clinical research

About half the responders were involved to some extent
in clinical research (136 out of 280, 48.6%), mainly
promoting trial recruitment (71), defining study design
(47) and setting priorities for funding (38) (multiple
options were possible).

Awareness about IPD sharing and overall view

Half the respondents (144, 51.4%) had some knowledge
about the current debate on IPD sharing. Discussion
about the topic had been encouraged mainly by meetings
and conferences with medical societies, researchers, physi-
cians (84, 58.3%) and individual members of the associ-
ation as lay members of ethics committees (35, 24.3%).
Some groups (19, 13.2%) discussed the topic, encouraged
by our survey. As expected, the groups involved in clinical
research were more aware of the debate than those not
involved (83 vs 55, 60.1% vs 39.9%), post hoc exploratory
analysis). Among the respondents who declared some
knowledge about the issue, 60 (41.7%) stated that their
association had taken an official position in the debate.
Of these, 35 (58.3%) classified their position as in favour
of IPD sharing, 19 (31.7%) in favour but with some
restrictions, 2 against and 1 neither for nor against (three
missing).
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Table 1 Characteristics of respondent patient and citizen
groups (280).

No. (%)
Field of interest
Oncology and palliative care 90 (32.1)
Diabetes 39 (13.9)
Relationship difficulties and/or mental disabilities 24 (8.6)
Neurological disease 17 (6.1)
Genetic disorders 17 (6.1)
Cardiovascular diseases 14 (5.0
Citizen groups 13 (4.6)
Infectious diseases 13 (4.6)
Rare diseases 11 (3.9)
Haematological diseases 7 (2.5)
Autoimmune diseases 6 (2.1)
Respiratory diseases 5(1.8)
Other 24 (8.6)
Number of members in 2016
<100 105 (37.5)
100-500 81 (28.9)
501-1000 18 (6.4)
>1000 34 (12.1)
No information 42 (15.0)
Executive board composition
Patients or citizens are the majority 131 (46.8)
Patients or citizens are half of the members 37 (13.2)
Patients or citizens are the minority (or not 31 (11.1)
represented)
Other 39 (13.9)
No information 42 (15.0)
Main sources of funding*
Annual subscriptions, membership fees, donations, 209 (74.6)
bequests
Public funding (central, regional, local) 72 (25.7
Funding from pharma or medical device 54 (19.2
companies
Funding from other commercial entities 24 (8.5)
Bank foundations 8 (2.8)
Other 35 (12.5)
No information 41 (14.6)
Type of activities
Education and dissemination/information
Yes 206 (73.6)
No 7 (2.5)
To some extent 26 (9.3)
No information 41 (14.6)
Financial support for research
Yes 51 (18.1)
No 123 (43.9)
To some extent 58 (20.7)
No information 48(17.1)
Continued

Table 1 Continued

No. (%)
Lobby at the institutional level (local and central)
Yes 52 (18.6)
No 130 (46.4)
To some extent 49 (17.5)
No information 49 (17.5)
Fund-raising
Yes 86 (30.7)
No 44 (15.7)
To some extent 105 (37.5)
No information 45 (16.1)
Health/social support (eg, home care, access to
services and so on)
Yes 132 (47.1)
No 53 (18.9)
To some extent 49 (17.5)
No information 46 (16.4)
Surveys about health services
Yes 42 (15.0)
No 89 (31.9)
To some extent 100 (35.7)
No information 49 (17.5)
Area of activity
Local 110 (39.9)
Regional 65 (23.2)
National 64 (22.9)
No information 41 (14.6)
Member of international network
Yes 99 (35.4)
No 140 (50)
No information 41 (14.6)

*More than one answer possible, so the sum of responses is over
100%.

Views on access, mechanisms and guarantees for IPD sharing
Respondents who declared some knowledge on the
ongoing debate and were not against IPD sharing (142,
50.7%) were asked to indicate who should have access to
IPD. Many supported broad access (56 out of 142, 39%),
not only restricted to researchers but open to other
groups and individuals such as patients’ and citizen group
representatives and journalists (figure 3).

They were also asked about their opinions on how to
ensure a fair IPD sharing and re-use mechanism. The
aspects of the process considered most important were
information in a patient leaflet (informed consent
sheet) and de-identification of data before sharing,
followed by the security of data storage repositories and
the existence of agreements between data generators
and data re-users and possible sanctions in case of data
misuse (figure 4).
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Researchers, representatives from patients’ and citizens’
associations, journalists, etc.

Only researchers presenting a clear, complete and relevant
research question

Only researchers from public or not-for-profit institutions

All researchers from public or private institutions (including
for example those from the pharma industry)

Only researchers presenting a research question that has no
clear commercial interest

I don't know

o

e
I

e
-
. K
K

10 20 30 40 50 60

Number of responders

Figure 3 Who do you think should have access?

Risks and advantages of IPD sharing

Patients and citizen groups, irrespective of their knowl-
edge about data sharing, were asked to indicate their
position on possible risks and advantages. The majority
highlighted re-identification and privacy and the re-use of
data for purposes that trial participants do not approve as
the main risks (146 and 138 responses, respectively). The
minority did not foresee any risk (47 responses). Advance-
ment of innovation and re-use of data to reduce waste in
research were cited as the main advantages of IPD data
sharing, followed by the possibility of studying adverse
reactions and side effects of treatments (figure 5).

Patient leaflet explains de-identified data is shared

Data is de-identified

Around half the respondents (144 of 258, 55.8%)
believed IPD sharing from clinical studies would not
discourage people from participating, while a quarter
said they did not know (61 out of 258, 23.6%).

A post hoc exploratory analysis showed that groups that
knew about the IPD sharing debate were more concerned
about privacy and risk of re-identification than those
who did not know (90 vs 56, 61.6% vs 38.4%), and more
often considered IPD sharing advantageous to reduce
unnecessary research (94 vs 64, 59.5% vs 40.5%) and to
study adverse reactions to treatments (70 vs 47, 59.8% vs
40.2%).

Data stored in archives with high-level security T 74
Access agreements/sanctions for misuse/re-identification T 70

Results of re-analyses made public

Requests for access checked by (ethics) committee T ] 54
Requests for access recorded, monitored, public T ] 54

Patient leaflet explains future use not fully known

Separate consent for participation and data sharing

I
s R

Participants could decide access conditions T ] 32

Idon'tknow [ 5
other ] 6
0 10 20 30 40 50 60 70 80 S0 100

Number of responses
Figure 4 Aspects important to ensure a fair and secure process (more than one answer possible).
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Risks

Possible re-identification
of study participant/privacy concerns

Data re-used for purposes that
trial participants do not approve

Data re-used to answer questions of limited
value&quality/ethical concerns

Data re-used for unfair commercial/consequences on
future investments&innovation

146

138

96

55

No risks foreseen _ 47
Other . 11
0 20 40 60 80 100 120 140 160 180
Advantages

Sharing and access prompt innovation

Data re-used to answer other research
questions/reduce duplication and waste

Data pooled to study adverse reactions/side effects

Study results can be verified by independent groups

Sharing and access is a guarantee of transparency

Expand information about
health interventions/better decisions

Other

o
N
o
S
o
(o2}
o
[0
o
Juny
o
o
[
N
o
=
sy
o

160 180

Number of responses
Figure 5 Risks and advantages of individual participant data sharing (more than one answer possible).

DISCUSSION
This survey provides information on the knowledge,
opinions and attitudes of a sample of Italian patient
and citizen groups regarding sharing data generated in
clinical studies. IPD sharing is a global issue that raises
ethical, juridical and legislative questions that may differ
in different countries. Country-specific analyses would,
therefore, be useful to highlight cultural and social factors
that could play a role in shaping data sharing practices.
Half the groups who responded to our survey said
that they were aware of the current debate on IPD
sharing, and a minority had an official position on the
issue. About 40% of the respondents supported broad
access where researchers, representatives of patients’
and citizens’ associations, journalists and others could

have access to de-identified IPD. In line with the prefer-
ence for broad access, respondents seem not to exclude
re-use of data for research questions having a commer-
cial interest. Respondents were mainly in favour of
IPD sharing under specific conditions, as in other
studies.” Clear information provided to trial partici-
pants, processes and mechanisms to reduce the risk of
data de-identification, access agreements and sanctions
in case of data misuse, transparency and public disclo-
sure on access requests and results were the conditions
most often required. Separate informed consent for data
sharing was less frequently indicated as a priority. This
may be related to the lower value assigned to a separate
form or, more broadly, to the perception of the impor-
tance of the informed consent form itself.
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These aspects are important for building trust in enti-
ties and organisations that would handle IPD sharing and
reuse. As frequently noted in the literature, trust informs
the level of support for research uses of data, together
with public engagement and involvement, considered
essential for ensuring accountability.”

When asked about the risks and advantages of data
sharing, respondents indicated privacy issues and re-use
of data for purposes that trial participants did not
approve as major risks, and the promotion of innovation
and reduction of duplication and waste of resources as
major advantages. A study in the USA involving clinical
trial participants got similar results in terms of advan-
tages: one of the most important benefits perceived was
to get answers to scientific questions faster. Results were
quite different in terms of concerns. More than 35%
in that study were concerned that IPD sharing could
discourage people from participating in clinical studies,™
while a fifth of the respondents in our study stated that
IPD sharing might discourage people from participating.
Another US survey” got a similar result: 25% of respon-
dents stated they would be less likely to take partin a clin-
ical trial. One may hypothesise that trial participants are
more concerned as the question regards their own data,
while patients or groups consider this a more hypothet-
ical question.

Although limited by the low response rate, our find-
ings highlight the importance of two concepts. First,
all the steps that make up the process of data sharing
should be reliable and transparent. For instance,
responses about the security of data storage reposito-
ries, sharing agreements and possible sanctions in case
of data misuse are requests for a clear definition of
responsibilities (accountability and reliability). Public
reporting of data access requests and results of re-anal-
yses represent a call for transparency. Second, data
sharing should promote the development of new and
better interventions and optimise research efforts. IPD
sharing is likely to become more acceptable if processes
are fairly planned and described and the underlying
assumptions explained, respecting the rights of trial
participants and honouring their efforts, maximising
the value of their data.

One strength of the study is that even those not familiar
with the ongoing discussion regarding IPD sharing
answered the survey and provided their opinions. When
asked about what triggered the discussion on IPD sharing,
some groups actually stated that the survey itself encour-
aged them to start.

As the survey was aimed at collecting the views of
patient groups rather than those of individuals, we sent
invitations to the official address of the president, when
available, or the secretary, and clearly asked them, in the
email and in the introduction, to respond on behalf of the
group. In fact, the president or vice-presidents responded
to more than two-third of the eligible questionnaires.
Despite these efforts, a small percentage of responders
may have provided their individual perspectives.

The main limitations—like in similar surveys—are
the representativeness of the respondents and the low
response rate. Patient and citizen groups in Italy are a
moving target. Contact persons change, some groups
close and others open within a short time, and thus it
requires frequent effort to keep our database up-to-date
(105 emails bounced back because addresses were no
longer valid or associations no longer existed). Moreover,
we cannot completely exclude that the database contains
a limited number of multiple addresses for the same
group, so the 2,003 emails sent would not correspond to
the same number of associations. To be conservative, we
calculate the response rate on the basis of the number of
emails sent. The low response rate may be due to several
factors, including lack of interest or familiarity with the
topic, lack of time or surveys’ overload. We opted for a
broad approach and invited all the groups listed in the
database to participate, rather than focus on the bigger
national groups or federations. This might have reduced
the response rate as the topic might have been perceived
as not related to the area of interest of some groups,
especially those acting locally. However, it allowed us to
explore the level of awareness and possibly raise the level
of attention on the topic in all the groups. We could not
assume that local patient and citizen groups were simply
not interested or somehow involved in the debate, and in
fact, about 40% of the respondents were active at the local
level.

The changing landscape and the lack of a national
inventory of all the Italian patient and citizen groups also
meant that we could not fully define the characteristics of
the groups we contacted and the profile of non-respon-
dents. Itis likely that the responses came from groups that
were more interested in clinical research, and perhaps
even more in favour of IPD sharing. However, we could
not exclude that those that were against IPD sharing
decided to participate to express their disagreement. Our
ability to characterise the sample of respondents was also
affected by the rate of missing information in some of the
final questions, for example, number of members, compo-
sition of the advisory board and so on (table 1 and online
supplementary appendix 2). We decided to put these
questions in the final part of the questionnaire as we
considered them less important than those dealing with
the core topics of the survey — regarding IPD sharing. As
the length of the survey could have discouraged respon-
dents from going through the whole questionnaire, we
put the main questions at the beginning; respondents
may, in fact, have been discouraged by the length or due
to the lack of information on some questions.

The topic of IPD sharing from clinical studies is
complex and is not a matter of general public discus-
sion in Italy. We tried to balance the aim of gathering
an overall picture with the collection of opinions on
specific points related to IPD sharing. We included an
explanation at the beginning of the questionnaire and
several questions had multiple options for answers.
These options and their wording may have influenced
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the respondents, particularly for groups that stated that
the survey itself had encouraged their discussion on data
sharing. However, we included the ‘other’ option to allow
for alternative ideas or opinions.

More action is needed to disseminate the value of
IPD sharing, address the challenging issues of privacy,
data ownership and access, and boost knowledge and
discussion among patient and citizen groups. If some are
reluctant to share their health data, others are already
sharing their data through databases managed directly
by patient groups. A growing number of people with
specific disorder or disease want to be involved in clinical
research, consenting to participate in clinical studies and
having a voice in shaping the research agenda.*

Like in other debates, citizens, patients and their repre-
sentatives play a valuable role only if they are substantially
engaged.41 For instance, patient and citizen groups may
participate in defining procedures for IPD sharing or
sit on committees that assess requests for accessing IPD
as part of controlled processes. The best strategies to
promote their engagement still need to be identified and
evaluated.*

Clear, specific information on the risks and advan-
tages of data sharing have to be stated as a prerequisite
to engage the public, citizens and patients, fostering a
public dialogue on data sharing.* The tension between
individual autonomy of participants providing data and
bio-samples in clinical studies and the social value of
clinical research, data ownership and who decides the
balance between individual and community rights are
aspects that must be addressed.'”

Further evidence is needed on what patients and citi-
zens think about clinical study data sharing and under-
stand their interestin the topic better. Recently completed
surveys of Cochrane Consumer Network members and
Cochrane Croatian partner organisations** * could help
inform the debate.

We also need a thorough analysis of the answers
provided by responding groups to catch their opinions
and attitudes better and share proposals to face all the
issues. Meetings and workshops with multiple stake-
holders (patient and citizen groups, researchers, charities
and foundations) or semistructured interviews aimed at
responding groups may serve these purposes. More struc-
tured training sessions could strengthen the engagement
of patient and citizen groups and their contributions to
the discussion. It could be useful to focus on the explor-
atory finding that privacy and risk of re-identification were
most often cited as risks by the groups knowing about IPD
sharing in order to drive future surveys and activities with
patient and citizen groups.

CONCLUSIONS

This study found that half of the Italian groups who
responded to the survey were aware of the debate on IPD
sharing and a minority had an official position. Respon-
dents were mainly in favour of IPD sharing under specific

conditions, asking for reliable and transparent processes
to reduce the risk of de-identification, define access
agreements and disclose access requests and results.
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