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REVIEWER Sarah McIntyre 
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REVIEW RETURNED 23-Aug-2014 

 

GENERAL COMMENTS There were more "out of scope" original suggestions, than "in 
scope". Does this suggest that the scope itself should have been 
readjusted? What proportion of the "out of scope" suggestions were 
from families?  
 
The authors state that Ethics was not required. 
 
Ranking was the appropriate methodology for this study. There is no 
"gold standard" analysis technique for these types of priority setting 
projects. It does deserve mentioning however, that the family 
"original priorities" are the least reflected in the final top 10. Eg. Only 
four of the families' top ten research areas are reflected in the final 
top 10. This is less than both clinicians (n=6) and charities (n=6). 
 
ts with a child who has a neurodisability, young people with a 
neurodisability, clinicians and others working with young people with 
a neurodisability. To the best of my knowledge this has not been 
accomplished before. It was an interesting decision not to invite and 
include researchers into this process. The scope is quite limited, but 
the rationale for this is fair. It is important the scope of these 
research questions is well documented when these research 
questions are advertised, as they are not a complete picture of 
research priorities. The next step is to engage researchers, for them 
to carefully consider ways to answer these questions and for funding 
bodies to support researchers who submit high quality applications 
to address these gaps.  

 

REVIEWER Anton Miller 
Clinical Associate Professor, Department of Pediatrics, University of 
British Columbia (Divsion of Developmental Pediatrics); Child and 
Family Research Institute, Vancouver, BC, Canada 

REVIEW RETURNED 03-Oct-2014 
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GENERAL COMMENTS I did not know how to answer item #5 regarding research ethics. The 
authors state that the participants in this project were "involved in 
research" but were not research subjects. This logic is true, but 
some academic centres would in fact have required ethics approval 
for the study to go ahead.  
Regarding item #8: my comments elsewhere explain why I believe 
there can be a little more coverage of literature that gives more 
context to this kind of research both conceptually and 
methodologically. 
 
Detailed comments are in the section Comments for the Authors 
 
The paper by Morris and colleagues describes a very interesting, 
relevant and challenging project, which has as its aim to obtain input 
from multiple stakeholder groups (children and young people 
affected by neurodisability; their parents and caregivers; clinicians; 
and community agencies that provide services and supports to this 
population) about research priorities to improve the health of this 
population.  
 
The project and the paper have strengths at various levels. At the 
conceptual level and in terms of overarching methodology, the 
project itself is a timely and needed exploration of the increasingly 
important area of consumer involvement in the research process, 
and in shaping research priorities. It also sets out to do this in a 
conceptually bold and progressive way by taking a non-categorical 
perspective, i.e. not based on, or bound by, focus on single 
diseases/disorders. The scope and approach of the project are 
therefore ambitious and exploratory. My  
main suggestion is that more emphasis should be given in the paper 
to reporting and discussing these ‘higher level’ issues and the 
lessons learned, from both conceptual and methodological aspects, 
as to the substantive findings about research priorities. Though the 
delineation of research priorities was of course the primary purpose 
of the project, a few factors (discussed below), detract from being 
able to conclude that the identified priorities can be taken as a gold 
standard representation of views of all major stakeholder groups, 
though they do represent the best existing evidence in this area. 
This caveat in my mind should encourage the authors to discuss a 
little more about the lessons learned about performing this kind of 
research (methodological and conceptual aspects), as well as what 
the main findings were (substantive aspects).  
 
In this regard, I think it would be interesting and relevant to cover in 
the Background section a little more information about existing 
experience of this kind of research, including the challenges that can 
be anticipated. Also some comments about categorical and non-
categorical approaches to services and interventions for children 
with disabilities. Then in the Discussion section, the authors could 
discuss in a little more depth the lessons learned about (the 
difficulties of) recruiting the kinds of participants needed for this kind 
of research and the implications for this kind of research going 
forward. They could also comments on possible obstacles presented 
by entrenched categorically-oriented groups, and perhaps speculate 
on what might be needed to enable comprehensive and 
representative consumer and public research on children with 
neurodisability in the future.  
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At the level of concrete study aims and methods used to and 
reporting, the paper is generally very clear in its description of aims 
and in the methods used to obtain and refine research priorities in 
the various stages. Indeed, in a field where terms are often used 
loosely, it is very helpful to have key terms fully and transparently 
defined. The qualitative methods used to identify “themes” and 
content areas for research are adequately described and appear to 
be appropriate. The results also are presented clearly and in 
sufficient detail.  
 
At the same time, a few details seemed surprising and warrant 
further consideration and explanation.  
1. The authors felt that research questions related to ‘cure’ of 
conditions were out of scope; however, cure for various conditions - 
if a reality - would certainly affect the health and wellbeing of these 
children and families. It would be helpful if the authors could further 
justify this decision, and also inform us whether participants were 
aware of this restriction in scope?  
2. This is not an area of primary expertise for me, but my sense is 
that there has been sufficient systematic reviews of interventions for 
autism spectrum disorders to conclude that that interventions related 
to early intensive behavioral intervention (EIBI) are largely helpful, 
even though we may not know all the nuances such as for which 
children does it work better, how much, timing, and effectiveness 
relative to other modalities. Therefore I was surprised to find this 
question flagged as an appropriate question given parameters set 
out for the project regarding lack of clear evidence. There have also 
been a number of systematic reviews of ADHD therapies, though it 
is possible that some conclusions in this large body of evidence and 
a large number of (systematic?) reviews are more clear than others.  
3. Related to the previous point, it is tricky to have research 
questions/topics presented as complex, multipart or hybrid 
questions, because this obscures the question. Evidence may exist 
for one part of the question but not the other part. An examples of 
this is in the highest priority question, where one wonders whether 
the question is primarily about ‘dose effects’, or about timing effects 
and efficacy? These are different questions. The second highest 
ranking question is similarly a composite question.  
4. The authors mention that the non-categorical approach used 
“excluded” some condition-specific questions or issues. I don’t see 
this approach as excluding anything, and indeed some questions are 
framed in condition specific terms. However, the non-categorical 
approach may potentially limit the way questions are framed and/or 
aggregated.  
 
A few additional suggestions:  
1. The authors mention that the list of research priorities spanned 
medical and rehabilitative therapies and interventions, health and 
social services etc. (pg 10, lines 55 onward). It might be useful to 
categorize and enumerate the items by these intervention types. (It 
may also be interesting to categorize and enumerate by the ICF-
related aim of the potential intervention, e.g. body structure and 
function, activities, participation, though likely many interventions will 
likely not be specific to one of these domains).  
 
2. I think it would be advisable to explicitly confront the question of 
how well represented certain stakeholder groups were in arriving at 
the final prioritized list, and this influences the external validity and 
relevance of the list. In this regard, it is worth acknowledging that by 
far the largest contributions to the acceptable or in-scope questions 
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list came from just 3 groups, if I interpret Table 1 correctly: 
pediatricians; physio-and occupational therapists; parents and 
caregivers; and mainly the latter two groups. On the other hand, the 
group deciding on final prioritization comprised a different mix of 
affected children/young adults, parents/caregivers; other community 
stakeholders. Some comment or discussion of these differences in 
stakeholder contributions at different phases seems warranted, in 
terms of representativeness of the results. I would also be interested 
in the authors’ views on whether more comprehensive input could 
have been achieved if there had been more resources available to 
the project, or are there structural factors that would make it difficult 
to get child and youth input even with more resources.  
 
3. I think it would be warranted to mention literature describing 
attempts that have been made to seek input from children and 
young people affected by neurodisability and their 
parents/caregivers regarding both research needs and other care 
and service priorities, if just to give a more comprehensive context 
for the present study. This literature might include work done by 
some of the authors of the present paper, such as their study of 
what young people identify as key health outcomes, even though the 
aims of the two studies are different. However, they overlap in 
methodology and conceptual basis.  
 
4. I found Table 2 to be very busy and difficult to follow as it is.  
 
In summary – an ambitious and important contribution to 
understanding the priorities of stakeholders in the world of childhood 
neurodisability in terms of research needed to improve health and 
wellbeing. Terminology and processes used to reach stakeholder 
consensus are strengths of the paper. In view of some of the 
acknowledged limitations encountered, however, some additional 
attention towards “lessons learned” in carrying out this research at 
the higher order conceptual and methodological levels would, in my 
opinion, benefit future work and discourse in this important area. An 
alternative to this kind of re-orientation within the paper might be an 
accompanying Editorial or Commentary piece that the journal editors 
may wish to commission.  

 

REVIEWER M. Ketelaar 
Center of Excellence for Rehabilitation Medicine Utrecht, University 
Medical Center Utrecht and De Hoogstraat Rehabilitation Utrecht, 
The Netherlands 

REVIEW RETURNED 05-Oct-2014 

 

GENERAL COMMENTS I compliment the authors of this manuscript to have taken this 
important step in hearing the voice of persons with neurodisability 
and parent carers, in setting research priorities. This is an important 
step in improving research relevance.  
 
Some comments and suggestions that might improve the clarity of 
the Methods and the interpretation of the findings.  
Major comments/suggestions:  
- The rationale of not including researchers in the process is not 
clear to me. I agree with the authors that “the inclusion of issues that 
researchers do not necessarily consider as research priorities is 
actually a mark of success” (page 9), but in my opinion it would be 
much more relevant to know uncertainties from different 
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stakeholders (persons with neurodisability/parents, clinicians and 
researchers), and to discuss these issues with all stakeholders 
together. I strongly believe different stakeholders can learn a lot from 
each other… I would suggest discussing the pros and cons of 
involving researchers in this kind of processes in more detail.  
- For me the criteria for deciding an uncertainty (or combination of 
uncertainties) as an indicative research question is not clear:  
- One of the steps described in the Methods is the Checking of 
uncertainties in systematic reviews and “by consulting several topic 
experts” (Please be more specific) . This is a major challenge, 
especially when “uncertainties” are formulated rather broad, as in 
the present study. In the Results-section there is no information on 
this stage. Table 1 describes “all 53 indicative research questions 
were confirmed as uncertainties from research”. Please describe in 
more detail in the Methods and Results how you searched the 
reviews and how you concluded that all uncertainties were 
confirmed. For example on research question ranked as 12 there is 
some evidence on specific elements of the broad research question 
(NDT, constrained training, strength training).  
- An important step in the process is the coding of all submissions. In 
the stage “Organising and checking” 356 uncertainties have been 
reduced to 53 indicative research questions. This was done by two 
authors and was discussed by the Steering group. Could you please 
provide some information on agreement between the two authors in 
this process? I feel some research questions are extremely broad 
(e.g. #1) and others are much more narrow (e.g., #12, #34). I would 
suggest discussing the process from uncertainties to research 
question in more detail in the Discussion-section to improve the 
interpretation of the findings of this study.  
- In the final step “Prioritisation” it is not really clear if there were 
certain “criteria” or instructions for participants. Was it a completely 
open request to prioritize?  
- Some research questions refer to specific diagnostic groups. I feel 
it is part of the procedure that these research questions in the final 
list are rather low in ranking. Could you please discuss why some 
research questions refer to neurodisabilities in general and others 
refer to specific diagnostic groups?  
 
Minor comments/suggestions:  
- The objectives of the study (i.e., the aim of the PSP) have been 
described in the Introduction and in the Abstract, using different 
terminology. I would recommend making the objective in the 
Abstract a bit more explicit by describing the stakeholders involved 
in identification of research questions. Now you can read the 
Objectives as if young people, parent carers and clinicians are only 
involved in the process of priority setting.  
- Could you please explain what is exactly meant with “population 
need” (page 9) of rationale for prioritisation? I would think Population 
need would be a characteristic of all uncertainties… (otherwise it 
wouldn’t be in the list).  
- Now the Results-section describes mainly process-aspects. Please 
add some substantive results (part of it is now in the Discussion-
section (top of page 10).  
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VERSION 1 – AUTHOR RESPONSE 

Reviewer Name Sarah McIntyre  

 

There were more "out of scope" original suggestions, than "in scope".  

Does this suggest that the scope itself should have been readjusted?  

What proportion of the "out of scope" suggestions were from families?  

Authors response: We have clarified in the paper that the BACD Executive and SRG set the scope at 

the outset of the project as terms of reference to guide the work. We did not consider changing the 

scope to become a different project. The JLA methodology was founded alongside the UK Database 

of Uncertainties about Treatments to focus on treatment uncertainties. Therefore we did not consider 

suggestions relating to cure and aetiology within our scope, and could not include those suggestions 

where an intervention was not apparent. Around half of the survey suggestions classified "out of 

scope" were from families. We have added this to the results section  

 

The authors state that Ethics was not required.  

Authors response: Correct, JLA research priority setting partnerships are considered public and 

patient involvement in research in the UK and ethics approval is not required.  

 

Ranking was the appropriate methodology for this study. There is no "gold standard" analysis 

technique for these types of priority setting projects. It does deserve mentioning however, that the 

family "original priorities" are the least reflected in the final top 10. Eg. Only four of the families' top ten 

research areas are reflected in the final top 10. This is less than both clinicians (n=6) and charities 

(n=6).  

Authors response: The source of the suggestions is less relevant than the consensual agreement 

about the rank order of topics. Families may not have made the original suggestion but still rated an 

issue raised by others as important.  

 

Congratulations on a valiant attempt to reach consensus for shared research priorities from parents 

with a child who has a neurodisability, young people with a neurodisability, clinicians and others 

working with young people with a neurodisability. To the best of my knowledge this has not been 

accomplished before.  

Authors response: Thank you  

 

It was an interesting decision not to invite and include researchers into this process.  

Authors response: The JLA process is about hearing the voices of patients, carers and clinicians, who 

(unlike researchers and industry) do not normally have an opportunity to influence the research 

agenda. Areas of potentially important research may therefore be neglected. The JLA exists to 

redress this imbalance. We have added clarification to the introduction.  

 

The scope is quite limited, but the rationale for this is fair.  

Authors response: the scope focused on treatment uncertainties.  

 

It is important the scope of these research questions is well documented when these research 

questions are advertised, as they are not a complete picture of research priorities.  

Authors response: We appreciate and will heed this advice. Publicity materials make clear that “The 

aim of the JLA Childhood Disability Research Priority Setting Partnership was to identify and prioritise 

unanswered questions about the effectiveness of interventions…” See for instance the supplementary 

files, and latest release: http://bacdis.org.uk/research/documents/PSPwithlinks.pdf  

 

The next step is to engage researchers, for them to carefully consider ways to answer these 

questions and for funding bodies to support researchers who submit high quality applications to 

address these gaps.  
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Authors response: We agree, BACD and JLA are keen to work with researchers who have an interest 

in patient, carer and clinician priorities to make use of the results of the priority setting process. We 

have added this to the introduction.  

 

 

Reviewer Name Anton Miller  

 

I did not know how to answer item #5 regarding research ethics (Are research ethics (e.g. participant 

consent, ethics approval) addressed appropriately?). The authors state that the participants in this 

project were "involved in research" but were not research subjects. This logic is true, but some 

academic centres would in fact have required ethics approval for the study to go ahead.  

Authors response: JLA research priority setting partnerships are public and patient involvement in 

research. In the UK ethics approval is not required for these activities.  

 

Regarding item #8 (Are the references up-to-date and appropriate?): my comments elsewhere explain 

why I believe there can be a little more coverage of literature that gives more context to this kind of 

research both conceptually and methodologically.  

Authors response: We have addressed the comments raised below.  

 

The paper by Morris and colleagues describes a very interesting, relevant and challenging project, 

which has as its aim to obtain input from multiple stakeholder groups (children and young people 

affected by neurodisability; their parents and caregivers; clinicians; and community agencies that 

provide services and supports to this population) about research priorities to improve the health of this 

population.  

Authors response: Thank you  

 

The project and the paper have strengths at various levels. At the conceptual level and in terms of 

overarching methodology, the project itself is a timely and needed exploration of the increasingly 

important area of consumer involvement in the research process, and in shaping research priorities. It 

also sets out to do this in a conceptually bold and progressive way by taking a non-categorical 

perspective, i.e. not based on, or bound by, focus on single diseases/disorders. The scope and 

approach of the project are therefore ambitious and exploratory.  

Authors response: Thank you.  

 

My main suggestion is that more emphasis should be given in the paper to reporting and discussing 

these ‘higher level’ issues and the lessons learned, from both conceptual and methodological 

aspects, as to the substantive findings about research priorities. Though the delineation of research 

priorities was of course the primary purpose of the project, a few factors (discussed below), detract 

from being able to conclude that the identified priorities can be taken as a gold standard 

representation of views of all major stakeholder groups, though they do represent the best existing 

evidence in this area. This caveat in my mind should encourage the authors to discuss a little more 

about the lessons learned about performing this kind of research (methodological and conceptual 

aspects), as well as what the main findings were (substantive aspects). In this regard, I think it would 

be interesting and relevant to cover in the Background section a little more information about existing 

experience of this kind of research, including the challenges that can be anticipated. Also some 

comments about categorical and non-categorical approaches to services and interventions for 

children with disabilities. Then in the Discussion section, the authors could discuss in a little more 

depth the lessons learned about (the difficulties of) recruiting the kinds of participants needed for this 

kind of research and the implications for this kind of research going forward. They could also 

comments on possible obstacles presented by entrenched categorically-oriented groups, and perhaps 

speculate on what might be needed to enable comprehensive and representative consumer and 

public research on children with neurodisability in the future.  
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Authors response: As suggested we have revised the introduction and discussion to reflect further on 

the ‘lessons learned’ to inform future similar initiatives.  

 

At the level of concrete study aims and methods used to and reporting, the paper is generally very 

clear in its description of aims and in the methods used to obtain and refine research priorities in the 

various stages. Indeed, in a field where terms are often used loosely, it is very helpful to have key 

terms fully and transparently defined. The qualitative methods used to identify “themes” and content 

areas for research are adequately described and appear to be appropriate. The results also are 

presented clearly and in sufficient detail.  

Authors response: Thank you  

 

At the same time, a few details seemed surprising and warrant further consideration and explanation.  

1. The authors felt that research questions related to ‘cure’ of conditions were out of scope; however, 

cure for various conditions - if a reality - would certainly affect the health and wellbeing of these 

children and families. It would be helpful if the authors could further justify this decision, and also 

inform us whether participants were aware of this restriction in scope?  

Authors response: We have clarified in the paper that the BACD Executive and SRG set the scope at 

the outset of the project as terms of reference to guide the work. The JLA methodology was founded 

to focus on ‘treatment uncertainties’, and our scope was applied health research that could 

implemented within 3-5 years. Therefore we did not consider ‘blue sky’ suggestions relating to cure 

within our scope – as they will generally need a longer time period to research and bring to 

implementation. The scope was stated in all materials.  

 

2. This is not an area of primary expertise for me, but my sense is that there has been sufficient 

systematic reviews of interventions for autism spectrum disorders to conclude that that interventions 

related to early intensive behavioral intervention (EIBI) are largely helpful, even though we may not 

know all the nuances such as for which children does it work better, how much, timing, and 

effectiveness relative to other modalities. Therefore I was surprised to find this question flagged as an 

appropriate question given parameters set out for the project regarding lack of clear evidence. There 

have also been a number of systematic reviews of ADHD therapies, though it is possible that some 

conclusions in this large body of evidence and a large number of (systematic?) reviews are more 

clear than others.  

Authors response: The JLA definition that no up-to-date, reliable systematic reviews exist, or up-to-

date systematic reviews confirm equipoise. All the included topics are consistent with this definition.  

 

3. Related to the previous point, it is tricky to have research questions/topics presented as complex, 

multipart or hybrid questions, because this obscures the question. Evidence may exist for one part of 

the question but not the other part. An examples of this is in the highest priority question, where one 

wonders whether the question is primarily about ‘dose effects’, or about timing effects and efficacy? 

These are different questions. The second highest ranking question is similarly a composite question.  

Authors response: The process requires aggregating suggestions into broad topics in order to include 

as many suggestions as possible, as we describe in the discussion. Whilst this created some complex 

and multifaceted questions, we consider all aspects of the topics highlighted as treatment 

uncertainties using the JLA definition. The topics should viewed in the context and the purpose of the 

project  

 

4. The authors mention that the non-categorical approach used “excluded” some condition-specific 

questions or issues. I don’t see this approach as excluding anything, and indeed some questions are 

framed in condition specific terms. However, the non-categorical approach may potentially limit the 

way questions are framed and/or aggregated.  

Authors response: Thank you, we have clarified in the discussion that “…our non-categorical 

approach to neurodisability ‘may’ have excluded some specific issues important for particular 
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diagnoses and/or influenced the way suggestions were aggregated and questions were framed.”  

 

A few additional suggestions:  

1. The authors mention that the list of research priorities spanned medical and rehabilitative therapies 

and interventions, health and social services etc. (pg 10, lines 55 onward). It might be useful to 

categorize and enumerate the items by these intervention types. (It may also be interesting to 

categorize and enumerate by the ICF-related aim of the potential intervention, e.g. body structure and 

function, activities, participation, though likely many interventions will likely not be specific to one of 

these domains).  

Authors response: Counting the types of interventions in this way may be interesting, but as the 

reviewer suggests will create problems with classification. We do not think the added value from such 

classification contributes substantively to this report.  

 

2. I think it would be advisable to explicitly confront the question of how well represented certain 

stakeholder groups were in arriving at the final prioritized list, and this influences the external validity 

and relevance of the list. In this regard, it is worth acknowledging that by far the largest contributions 

to the acceptable or in-scope questions list came from just 3 groups, if I interpret Table 1 correctly: 

pediatricians; physio-and occupational therapists; parents and caregivers; and mainly the latter two 

groups. On the other hand, the group deciding on final prioritization comprised a different mix of 

affected children/young adults, parents/caregivers; other community stakeholders. Some comment or 

discussion of these differences in stakeholder contributions at different phases seems warranted, in 

terms of representativeness of the results.  

Authors response: We have clarified in the discussion that our results should be considered ‘a top 10 

shared priorities’ based on those who engaged and participated in the process rather than ‘the 

definitive top 10’. This is to address reviewers’ perceptions that the list presupposes ‘external validity’. 

We suspect that a different sample of stakeholders might not produce precisely the same top 10 

priorities.  

 

I would also be interested in the authors’ views on whether more comprehensive input could have 

been achieved if there had been more resources available to the project, or are there structural 

factors that would make it difficult to get child and youth input even with more resources.  

Authors response: As we say in the discussion, we were disappointed not to have captured more 

youth views in making suggestions in the survey stage. We do believe that with more resources and 

carefully planned approaches that young people would be able to contribute more fully. This links with 

the comment below.  

 

3. I think it would be warranted to mention literature describing attempts that have been made to seek 

input from children and young people affected by neurodisability and their parents/caregivers 

regarding both research needs and other care and service priorities, if just to give a more 

comprehensive context for the present study. This literature might include work done by some of the 

authors of the present paper, such as their study of what young people identify as key health 

outcomes, even though the aims of the two studies are different. However, they overlap in 

methodology and conceptual basis.  

Authors response: Linking with the observations above, we have added to discussion reference to 

other studies where with adequate resources and planning children and young people with 

neurodisability have expressed their views.  

 

4. I found Table 2 to be very busy and difficult to follow as it is.  

Authors response: We have reformatted the Table 2 to be clearer.  

 

In summary – an ambitious and important contribution to understanding the priorities of stakeholders 

in the world of childhood neurodisability in terms of research needed to improve health and wellbeing. 
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Terminology and processes used to reach stakeholder consensus are strengths of the paper. In view 

of some of the acknowledged limitations encountered, however, some additional attention towards 

“lessons learned” in carrying out this research at the higher order conceptual and methodological 

levels would, in my opinion, benefit future work and discourse in this important area. An alternative to 

this kind of re-orientation within the paper might be an accompanying Editorial or Commentary piece 

that the journal editors may wish to commission.  

Authors response: Thank you, we have revised the discussion to reflect further on the ‘lessons 

learned’ to a greater extent to inform future similar initiatives.  

 

 

Reviewer Name M. Ketelaar  

 

I compliment the authors of this manuscript to have taken this important step in hearing the voice of 

persons with neurodisability and parent carers, in setting research priorities. This is an important step 

in improving research relevance.  

Authors response: Thank you  

 

Some comments and suggestions that might improve the clarity of the Methods and the interpretation 

of the findings.  

Major comments/suggestions:  

- The rationale of not including researchers in the process is not clear to me. I agree with the authors 

that “the inclusion of issues that researchers do not necessarily consider as research priorities is 

actually a mark of success” (page 9), but in my opinion it would be much more relevant to know 

uncertainties from different stakeholders (persons with neurodisability/parents, clinicians and 

researchers), and to discuss these issues with all stakeholders together. I strongly believe different 

stakeholders can learn a lot from each other… I would suggest discussing the pros and cons of 

involving researchers in this kind of processes in more detail.  

Authors response: The JLA process is about hearing the voices of patients, carers and clinicians who, 

unlike researchers and industry, do not normally have an opportunity to influence the research 

agenda. Areas of potentially important research may therefore be neglected. The JLA exists to 

redress this imbalance. We have added clarification to the introduction, and also commented in the 

discussion on the need for researchers to engage with the priorities of families and clinicians.  

 

- For me the criteria for deciding an uncertainty (or combination of uncertainties) as an indicative 

research question is not clear:  

Authors response: We state in the paper the JLA definition of a treatment uncertainty is that no up-to-

date, reliable systematic reviews exist, or that up-to-date systematic reviews confirm equipoise.  

 

- One of the steps described in the Methods is the Checking of uncertainties in systematic reviews 

and “by consulting several topic experts” (Please be more specific). This is a major challenge, 

especially when “uncertainties” are formulated rather broad, as in the present study. In the Results-

section there is no information on this stage. Table 1 describes “all 53 indicative research questions 

were confirmed as uncertainties from research”. Please describe in more detail in the Methods and 

Results how you searched the reviews and how you concluded that all uncertainties were confirmed. 

For example on research question ranked as 12 there is some evidence on specific elements of the 

broad research question (NDT, constrained training, strength training).  

Authors response: We have clarified in the results “Experts consulted regarding orthopaedic 

management or management of sleep disturbance confirmed equipoise based on high quality 

research evidence, even if their personal view was less uncertain.” The level of evidence to confirm 

uncertainty was based on the JLA definition. Clearly clinicians have to make decisions in the absence 

of high quality evidence, and thus their personal views align more with their clinical decision making.  
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- An important step in the process is the coding of all submissions. In the stage “Organising and 

checking” 356 uncertainties have been reduced to 53 indicative research questions. This was done by 

two authors and was discussed by the Steering group. Could you please provide some information on 

agreement between the two authors in this process? I feel some research questions are extremely 

broad (e.g. #1) and others are much more narrow (e.g., #12, #34). I would suggest discussing the 

process from uncertainties to research question in more detail in the Discussion-section to improve 

the interpretation of the findings of this study.  

Authors response: We have clarified in the results that initially there was considerable disagreement 

when two researchers coded the suggestions independently (40%), but following a subsequent 

discussion a more consistent approach was agreed upon. We stated that one researcher then coded 

all the data. All the decisions were reviewed and agreed by the Steering Group. The reason why 

some questions are broad and some more specific reflect the suggestions from the survey, where 

some were aggregated and other were considered relevant to specific questions. We have added 

reflections on the processes and lessons learned in the discussion.  

 

- In the final step “Prioritisation” it is not really clear if there were certain “criteria” or instructions for 

participants. Was it a completely open request to prioritize?  

Authors response: The JLA is not prescriptive about what factors participant should use to make their 

decisions in setting priorities. We observed at the final workshop that participants’ rationales for “… 

prioritisation included the number of children likely to benefit and the intensity of the impact of the 

symptom, broader consequences for families, likelihood of research informing clinical, policy or family 

decisions.”  

 

- Some research questions refer to specific diagnostic groups. I feel it is part of the procedure that 

these research questions in the final list are rather low in ranking. Could you please discuss why 

some research questions refer to neurodisabilities in general and others refer to specific diagnostic 

groups?  

Authors response: The questions are indicative of the suggestions that arose from the survey and 

research recommendations. In some instance issues could be considered as pan-neurodisability, 

while other issues raised were specific to certain conditions. We have added clarification to the 

discussion.  

 

Minor comments/suggestions:  

- The objectives of the study (i.e., the aim of the PSP) have been described in the Introduction and in 

the Abstract, using different terminology. I would recommend making the objective in the Abstract a 

bit more explicit by describing the stakeholders involved in identification of research questions. Now 

you can read the Objectives as if young people, parent carers and clinicians are only involved in the 

process of priority setting.  

Authors response: Thank you, we have corrected the objective in the Abstract accordingly.  

 

- Could you please explain what is exactly meant with “population need” (page 9) of rationale for 

prioritisation? I would think Population need would be a characteristic of all uncertainties… (otherwise 

it wouldn’t be in the list).  

Authors response: We have reworded this as “the number of children likely to benefit and the intensity 

of the impact of the symptom.”  

 

- Now the Results-section describes mainly process-aspects. Please add some substantive results 

(part of it is now in the Discussion-section (top of page 10).  

Authors response: We had referred to Table 2 and Box 2 for the ‘substantive’ results. Based on the 

feedback we have moved the paragraph from the discussion into the results. 
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VERSION 2 – REVIEW 

REVIEWER M.Ketelaar 
Center of Excellence for Rehabilitation Medicine; De Hoogstraat 
Rehabilitation and Brain Center Rudolf Magnus, University Medical 
Center Urecht, The Netherlands 

REVIEW RETURNED 16-Nov-2014 

 

GENERAL COMMENTS The authors have done a good job in clarifying the issues raised by 
the reviewers. The manuscript improved substantially in terms of the 
description of the process in the Methods- and Results-section. 
Moreover, process-issues have been discussed now more indepth in 
the Discussion-section, including the important paragraph on 
'lessons learned'.  
I recommend to accept the manuscript for publication in BMJ Open.  
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