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complete a checklist review form (http://bmjopen.bmj.com/site/about/resources/checklist.pdf) and 

are provided with free text boxes to elaborate on their assessment. These free text comments are 
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VERSION 1 - REVIEW 

REVIEWER Geraldine Foley BSc.OT, MSc.OT, PhD 
Assistant Professor  
Discipline of Occupational Therapy  
School of Medicine  
Trinity College Dublin, the University of Dublin  
Ireland 

REVIEW RETURNED 23-Nov-2015 

 

GENERAL COMMENTS Thank you for the opportunity to review this manuscript. My 
comments are as follows:  
 
The authors state that they propose to from an expert panel of 
approximately 16 members. Considering the number of different 
subgroups (i.e. intended to be seven different stakeholder groups), I 
think the authors needs to sample much more than 16 participants. 
Purposive sampling is appropriate given the proposed design and 
the need to target those with the relevant experiences, background, 
etc. However, the scope of the proposed study has the potential to 
tap into a much larger sample number.  
 
The authors state that they propose to exclude patients with 
frontotemporal dementia. How will they do this? and why?. At what 
cut-off point will they choose, if they exclude? Do they also seek to 
exclude people with MND who have mild frontotemporal 
impairment? We know that up to 50% of people with MND have 
some degree of cognitive and/or behavioural impairment. There is 
debate in the MND field, with respect to inclusion/exclusion of MND 
patients who have cognitive and/or behavioural impairment in 
research that seeks to capture the patient perspective (see Foley 
2015, Amyotrophic Lateral Sclerosis & Frontotemporal 
Degeneration). Excluding the cognitively-impaired patient viewpoint 
seems somewhat at odds with the intention to capture the 
preferences and experiences of those who receive services. I 
wonder could the exclusion of those with cognitive and/or 
behavioural impairment be a limitation of the study? This is a matter 
of debate. Including patients with frontotemporal impairment would 
of course impact on how the tools are created for MND patients who 
have frontotemporal involvement.  
 
It seems that the authors are limiting patient recruitment to those 
who are at 'mid-stage' disease. I would have thought there is also a 
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need to include the perspectives and preferences of those who are 
at a more advanced stage of the condition. We know that people 
with MND, at all stages of the disease, tend to have a desire to 
participate in research. Those who have reached a more advanced 
stage of the condition could also offer valuable insights given the 
likelihood that they may have already had experiences in decision 
making pertaining to the five most useful tools for clinical care (that 
the research group intends to develop).  
 
I think the tools need to be validated not just by the expert panel, but 
by wider populations of the different stakeholder groups (particularly 
with respect to patients, family carers, and healthcare professionals).  
 
At the end of the manuscript, the authors state that the decision 
support tools have wider clinical application. What is it about the 
proposed decision support tools for MND that will lend themselves to 
the potential development of decision support tools for other 
conditions, in the context that the authors state earlier in the 
manuscript that none of the existing tools for other conditions are 
appropriate for MND?  
 
What of the usefulness of the proposed tools for patients and their 
families who do not access specialised multidisciplinary care in 
Australia? We know that patients who attend specialised 
multidisciplinary ALS clinics can have better service, Qol, and 
survival outcomes when compared to those who do not attend 
specialised multidisciplinary clinics.  
 
I think the manuscript would benefit from more editing to improve the 
readability of the manuscript. 

 

REVIEWER Tarang Sharma 
Nordic Cochrane Centre, Rigshospitalet, Denmark  
Faculty of Health and Medical Sciences, University of Copenhagen, 
Denmark 

REVIEW RETURNED 11-Dec-2015 

 

GENERAL COMMENTS General – I’m a big advocate of the development of decision aids, 
especially in disease areas like MND where the treatment options 
are few and far between and therefore individual patient values and 
preferences (or those of families or carers) should have an even 
more central role in decisions about care. So I applaud the authors 
for taking this work on. The authors may find the work done by the 
DECIDE group useful for their work: http://www.decide-
collaboration.eu/  
There are no statements around the limitations of the study. As this 
is only a protocol that maybe ok, but some limitations of the study 
are already known (e.g. due to choice of method as Delphi panels 
have their pro and cons, or the use of only a literature review to 
inform the Delphi process rather than a systematic review etc).  
Page 4, lines 29-32:  
“Currently, in the MND field, there are no publicly available decision 
support tools providing structured guidance to patients and family 
carers for symptom management and quality of life considerations.”  
The authors do not appear to have considered the evidence from 
NICE clinical guidance on MND (though this is for a particular 
intervention, which has an evidence-based patient version/ decision 
aid) associated with it. 
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http://www.nice.org.uk/guidance/cg105/chapter/5-Other-versions-of-
this-guideline#information-for-the-public  
Of course this does not cover all the aspects of MND care and the 
researchers maybe interested in the forthcoming guidance (which is 
currently in draft form to be finalized by February 2016) and could 
act as a starting point of evidence for the Delphi group to consider 
as the guidance appears to cover both their research questions in its 
scope:  
http://www.nice.org.uk/guidance/indevelopment/gid-
cgwave0680/documents  
This guidance again will also eventually have a patient version/ 
decision aid, that said, not sure if the timing would work for their 
panel and I suspect there would some contextual differences 
between care options (and therefore the appropriate support tools 
required) in Australia and England and Wales.  
Page 6, lines 8-9 and page 7, lines 23-28:  
“The decision tools will be underpinned by research literature, and 
developed according to feedback received from the expert panel.”  
“Step A will be a literature review to gather MND symptom 
management information, to develop tools that are evidence-based 
in content. Additionally, research articles on decision tool 
development processes will be  
sought, to ensure the process used throughout the study aligns with 
those recommended in the decision-making literature.”  
Decision aids should be evidenced-based such that they can provide 
support and advice on alternative treatment options on the best 
available evidence, as also highlighted by the authors. The Delphi 
panel should consider the evidence from systematic reviews to 
develop their tools. The authors mention a literature review but if the 
review is not systematic, it could represent a biased evidence base. 
As mentioned before, the NICE guidance has evidence from 
systematic reviews and if the authors do not have time to undertake 
another full systematic review, they could use the evidence reviews 
conducted by NICE. The relevant evidence would of course have to 
be contextualized by the Delphi panel so it would be of value in 
Australia.  
There are no details of the methods they will use for the literature 
review noted in the manuscript currently. As this step (Step A) is 
crucial to how the rest of the research continues, some description 
of the kind of databases to be used and search terms employed 
would be useful. 

 

REVIEWER Nathan Davies 
University College London, UK 

REVIEW RETURNED 28-Jan-2016 

 

GENERAL COMMENTS Very interesting piece of research and well written protocol, very little 
to comment on, but three very minor points:  
 
1) page 4 lines 32-35 could the authors say a little more as to why 
MND requires its own tools and what makes it different in terms of 
the trajectory and disease characteristics that would require different 
decision tools.  
 
2) The section research context - I am not sure of the relevance? 
The first paragraph can be removed and the table, I think may fit 
better elsewhere, maybe under an output section...  
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3) Finally, exscuse my naivety but what is a human factors engineer 
(page 6 line 30).   

 

VERSION 1 – AUTHOR RESPONSE 

Reviewer: 1  

Reviewer Name: Geraldine Foley BSc.OT, MSc.OT, PhD Institution and Country: Assistant Professor, 

Discipline of Occupational Therapy School of Medicine, Trinity College Dublin, the University of 

Dublin, Ireland Please state any competing interests or state ‘None declared’: None declared  

 

Thank you for the opportunity to review this manuscript. My comments are as follows:  

 

The authors state that they propose to from an expert panel of approximately 16 members. 

Considering the number of different subgroups (i.e. intended to be seven different stakeholder 

groups), I think the authors needs to sample much more than 16 participants. Purposive sampling is 

appropriate given the proposed design and the need to target those with the relevant experiences, 

background, etc. However, the scope of the proposed study has the potential to tap into a much larger 

sample number.  

 

Response  

We thank the reviewer for these thoughts. We acknowledge that 16 participants for an expert panel 

may not represent all stakeholder groups adequately, particularly patients and carers. However, the 

scope of the project is restricted by the available funding and time (a 12 month, grant-in-aid project). 

To address the issue and increase patient and carer representation, we have created two expert 

panels. One will represent clinicians and researchers, and the other patients and carers. This will 

allow the study team conduct the clinician/researcher panel while patient and carer recruitment is 

being finalised. An further advantage of this approach will be to ensure patient and carer views on the 

decision support tools are independent clinician and researcher views. Views of the two panels will be 

integrated to contribute to tool development. The manuscript has been updated to include this 

development.  

 

 

The authors state that they propose to exclude patients with frontotemporal dementia. How will they 

do this? and why?. At what cut-off point will they choose, if they exclude? Do they also seek to 

exclude people with MND who have mild frontotemporal impairment? We know that up to 50% of 

people with MND have some degree of cognitive and/or behavioural impairment. There is debate in 

the MND field, with respect to inclusion/exclusion of MND patients who have cognitive and/or 

behavioural impairment in research that seeks to capture the patient perspective (see Foley 2015, 

Amyotrophic Lateral Sclerosis & Frontotemporal Degeneration). Excluding the cognitively-impaired 

patient viewpoint seems somewhat at odds with the intention to capture the preferences and 

experiences of those who receive services. I wonder could the exclusion of those with cognitive 

and/or behavioural impairment be a limitation of the study? This is a matter of debate. Including 

patients with frontotemporal impairment would of course impact on how the tools are created for MND 

patients who have frontotemporal involvement.  

 

Response  

We are familiar with the debate in the field that the reviewer raises, and have considered the issue of 

including as wide an appropriate group of patients as study resources and time allows for. Patient and 

carer recruitment will be conducted through one MND multidisciplinary clinic and through the MND 

support association (MND NSW). Clinic staff and MND NSW advisors will act as gatekeepers to 

identify patients and families who have had experience with decision-making for care. Patients living 

with mild cognitive and behavioural changes will be included in the study. Those with advanced 
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frontotemporal dementia will be excluded. Their carers will be included. Patients with newly diagnosed 

or mild FTD will be considered for participation if they are able to give informed consent. The 

manuscript has been updated to include this information.  

Should funding opportunity arise, the creation of tools for patients and families with FTD will be 

considered.  

 

It seems that the authors are limiting patient recruitment to those who are at 'mid-stage' disease. I 

would have thought there is also a need to include the perspectives and preferences of those who are 

at a more advanced stage of the condition. We know that people with MND, at all stages of the 

disease, tend to have a desire to participate in research. Those who have reached a more advanced 

stage of the condition could also offer valuable insights given the likelihood that they may have 

already had experiences in decision making pertaining to the five most useful tools for clinical care 

(that the research group intends to develop).  

 

Response  

We are grateful to the reviewer for drawing this point to our attention. Our aim in targeting patients in 

mid stage disease was to recruit participants who had experience with decision-making, and who 

could consider decision-making for their future needs. We do not exclude patients and carers with 

advanced disease from the study. They will be invited. The manuscript has been updated to specify 

their inclusion.  

 

I think the tools need to be validated not just by the expert panel, but by wider populations of the 

different stakeholder groups (particularly with respect to patients, family carers, and healthcare 

professionals).  

 

Response  

We agree with the reviewer’s comment. The limitations of the study funding and timeframe prevent 

wider validation for this development project at this stage. However, if additional funding is secured, 

the tools will be trialled and evaluated in clinical settings. We anticipate the tools will require further 

stakeholder input and peer review to provide more robust validation.  

 

At the end of the manuscript, the authors state that the decision support tools have wider clinical 

application. What is it about the proposed decision support tools for MND that will lend themselves to 

the potential development of decision support tools for other conditions, in the context that the authors 

state earlier in the manuscript that none of the existing tools for other conditions are appropriate for 

MND?  

 

Response  

 

The wider application of these decision tools will be in their ability to be adapted to other progressive 

neurological conditions lacking curative options (particularly multiple sclerosis and Parkinson’s 

disease). While specific symptom management options will not be directly applicable to other disease 

groups, the user-centric process for developing the tools, and formatting for multidisciplinary clinical 

care will be adaptable for a range of neurological conditions that currently lack decision support. As 

Reviewer 2 points out, the benefit of these tools is in preparing patients to consider their values and 

preferences as they encounter disease milestones, as much as the benefits of available treatment 

options.  

 

What of the usefulness of the proposed tools for patients and their families who do not access 

specialised multidisciplinary care in Australia? We know that patients who attend specialised 

multidisciplinary ALS clinics can have better service, Qol, and survival outcomes when compared to 

those who do not attend specialised multidisciplinary clinics.  
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Response  

The usefulness of these tools to MND patients receiving generalist care is unknown at this time. We 

recognise the need for decision support tools in generalist care. We anticipate that tools for patients 

who do not attend specialised MND multidisciplinary care will require additional resources, such as 

health literacy and health service information, to support clinicians, patients and families. This is 

outside the scope of the current project, but will be considered for future work.  

 

 

I think the manuscript would benefit from more editing to improve the readability of the manuscript.  

 

Response  

We have edited the manuscript in response to reviewers’ suggestions.  

 

Reviewer: 2  

Reviewer Name: Tarang Sharma  

Institution and Country: Nordic Cochrane Centre, Rigshospitalet, Denmark, Faculty of Health and 

Medical Sciences, University of Copenhagen, Denmark Please state any competing interests or state 

‘None declared’: None  

 

BMJ Open Peer Review Comments: Development of patient decision support tools for motor neurone 

disease using stakeholder consultation: a study protocol  

Manuscript ID: bmjopen-2015-010532  

Tarang Sharma  

Research and PhD Fellow  

Nordic Cochrane Centre, Rigshospitalet, Copenhagen, Denmark  

Faculty of Health and Medical Sciences, Copenhagen, Denmark  

General – I’m a big advocate of the development of decision aids, especially in disease areas like 

MND where the treatment options are few and far between and therefore individual patient values and 

preferences (or those of families or carers) should have an even more central role in decisions about 

care. So I applaud the authors for taking this work on. The authors may find the work done by the 

DECIDE group useful for their work: http://www.decide-collaboration.eu/  

 

Response  

We thank the reviewer for drawing our attention to the work of the DECIDE collaboration.  

 

There are no statements around the limitations of the study. As this is only a protocol that maybe ok, 

but some limitations of the study are already known (e.g. due to choice of method as Delphi panels 

have their pro and cons, or the use of only a literature review to inform the Delphi process rather than 

a systematic review etc).  

 

Response  

A statement of anticipated strengths and limitations of the study has been added after the abstract.  

 

Page 4, lines 29-32:  

“Currently, in the MND field, there are no publicly available decision support tools providing structured 

guidance to patients and family carers for symptom management and quality of life considerations.”  

The authors do not appear to have considered the evidence from NICE clinical guidance on MND 

(though this is for a particular intervention, which has an evidence-based patient version/ decision aid) 

associated with it. http://www.nice.org.uk/guidance/cg105/chapter/5-Other-versions-of-this-

guideline#information-for-the-public  

Of course this does not cover all the aspects of MND care and the researchers maybe interested in 

 on M
ay 16, 2023 by guest. P

rotected by copyright.
http://bm

jopen.bm
j.com

/
B

M
J O

pen: first published as 10.1136/bm
jopen-2015-010532 on 6 A

pril 2016. D
ow

nloaded from
 

http://bmjopen.bmj.com/


the forthcoming guidance (which is currently in draft form to be finalized by February 2016) and could 

act as a starting point of evidence for the Delphi group to consider as the guidance appears to cover 

both their research questions in its scope:  

http://www.nice.org.uk/guidance/indevelopment/gid-cgwave0680/documents  

This guidance again will also eventually have a patient version/ decision aid, that said, not sure if the 

timing would work for their panel and I suspect there would some contextual differences between care 

options (and therefore the appropriate support tools required) in Australia and England and Wales.  

 

Response  

We than the reviewer for bringing this guideline, and the decision tool contained within it, to our 

attention. The NICE guidelines provide comprehensive information for clinicians, patients and carers. 

The aim of our study is to produce decision tools that patients and carers can use with health 

professionals during clinic appointments to clarify their information needs, values and preferences 

before their decision is made. The manuscript has been amended to reflect these points.  

 

Page 6, lines 8-9 and page 7, lines 23-28:  

“The decision tools will be underpinned by research literature, and developed according to feedback 

received from the expert panel.” “Step A will be a literature review to gather MND symptom 

management information, to develop tools that are evidence-based in content. Additionally, research 

articles on decision tool development processes will be sought, to ensure the process used 

throughout the study aligns with those recommended in the decision-making literature.”  

 

Decision aids should be evidenced-based such that they can provide support and advice on 

alternative treatment options on the best available evidence, as also highlighted by the authors. The 

Delphi panel should consider the evidence from systematic reviews to develop their tools. The 

authors mention a literature review but if the review is not systematic, it could represent a biased 

evidence base. As mentioned before, the NICE guidance has evidence from systematic reviews and if 

the authors do not have time to undertake another full systematic review, they could use the evidence 

reviews conducted by NICE. The relevant evidence would of course have to be contextualized by the 

Delphi panel so it would be of value in Australia.  

 

Response  

We thank the reviewer for this information. The systematic reviews conducted by NICE will be 

incorporated into our literature review.  

 

There are no details of the methods they will use for the literature review noted in the manuscript 

currently. As this step (Step A) is crucial to how the rest of the research continues, some description 

of the kind of databases to be used and search terms employed would be useful.  

Response  

Details of the methods for conducting our literature search have been added to the manuscript.  

 

Reviewer: 3  

Reviewer Name: Nathan Davies  

Institution and Country: University College London, UK Please state any competing interests or state 

‘None declared’: None declared  

 

Please leave your comments for the authors below  

 

Very interesting piece of research and well written protocol, very little to comment on, but three very 

minor points:  

 

1) page 4 lines 32-35 could the authors say a little more as to why MND requires its own tools and 
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what makes it different in terms of the trajectory and disease characteristics that would require 

different decision tools.  

 

Response  

Greater detail has been added to the manuscript to explain this point, in line with the response 

provided to Reviewer 1 on this same point.  

 

2) The section research context - I am not sure of the relevance? The first paragraph can be removed 

and the table, I think may fit better elsewhere, maybe under an output section...  

 

Response  

We thank the reviewer for this suggestion. The manuscript has been amended accordingly.  

 

3) Finally, exscuse my naivety but what is a human factors engineer (page 6 line 30).  

 

Response  

Thank you for requesting this clarification, as may be unfamiliar with human factors engineering (as it 

is currently known). Human-factors engineering, also called ergonomics, is the science dealing with 

the application of information on human physical and psychological characteristics to the design of 

devices and systems for human use. In this project, the human factors researcher will provide 

feedback on feasibility of paper and electronic tools in the MND multidisciplinary care setting with 

patients, carers and clinicians. 

VERSION 2 – REVIEW 

REVIEWER Tarang harma 
Nordic Cochrane Centre, Rigshospitalet and Faculty of Health and 
Medical Sciences, University of Copenhagen, Denmark 

REVIEW RETURNED 10-Mar-2016 

 

GENERAL COMMENTS methodology details given compared to the first version of the 
protocol/ article. Especially 
with details regarding participants (patients/ carers to be involved, 
some idea of inclusion and 
exclusion criteria) and some idea of how they plan to construct the 
literature review on which 
the whole study/ decision support tools are dependent. Ideally a full 
protocol should have a 
complete search strategy attached as an appendix but having an 
idea of the databases and 
search terms to be used is also sufficient. 
Abstract, page 2, Methods and analysis lines 22-23 
“The first stage will be to develop the decision support tools …the 
process used to develop 
them” Perhaps they can mention in the abstract that they are 
developing the tools based on 
existing literature/ literature review, otherwise a key part of the 
process remains unclear in the 
abstract. 
Abstract, page 2, Strengths and limitations lines 40-52 
This is a very good addition to the version I last saw and improves 
the manuscript. 
That said, I think it should definitely be noted as a limitation that only 
a literature review 
NOT a full systematic review is going to be undertaken to underpin 
the support tools, as the 
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starting point may be biased as it won’t cover the full evidence base. 

 

VERSION 2 – AUTHOR RESPONSE 

COMMENT:General – This revised version of the manuscript is significant improvement with respect 

to  

methodology details given compared to the first version of the protocol/ article. Especially  

with details regarding participants (patients/ carers to be involved, some idea of inclusion and  

exclusion criteria) and some idea of how they plan to construct the literature review on which  

the whole study/ decision support tools are dependent. Ideally a full protocol should have a  

complete search strategy attached as an appendix but having an idea of the databases and  

search terms to be used is also sufficient.  

 

RESPONSE: We thank the reviewer for these thoughts, and acknowledge the value of complete 

search strategies. As well as research literature, our review will involve examination of literature that 

is provided to patients and health professionals, and health policy documents. It is likely that these 

types of documents will not be uncovered in healthcare database searches. Alternative strategies, 

such as snowball searches, in addition to comprehensive database search strategies will be required.  

 

COMMENT: Abstract, page 2, Methods and analysis lines 22-23  

“The first stage will be to develop the decision support tools …the process used to develop  

them” Perhaps they can mention in the abstract that they are developing the tools based on  

existing literature/ literature review, otherwise a key part of the process remains unclear in the  

abstract.  

 

RESPONSE: We have added a statement to clarify that the literature review will be based on existing 

literature in the abstract. This has also been further clarified in the Methods and Analysis section of 

the manuscript to include published and grey literature. Statements have been added to the 

introductory paragraph, and under the Stage 1: Tool development section.  

 

COMMENT: Abstract, page 2, Strengths and limitations lines 40-52  

This is a very good addition to the version I last saw and improves the manuscript.  

That said, I think it should definitely be noted as a limitation that only a literature review  

NOT a full systematic review is going to be undertaken to underpin the support tools, as the  

starting point may be biased as it won’t cover the full evidence base.  

 

RESPONSE: Thank you for this comment. We have added this point to the limitations section of the 

abstract. 
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