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David 

 

VERSION 1 - REVIEW 

REVIEWER Martin Schecklmann 
University of Regensburg  
Department of Psychiatry and Psychotherapie  
Regensburg  
Germany 

REVIEW RETURNED 01-Dec-2015 

 

GENERAL COMMENTS The authors conducted the first review of prevalence of tinnitus and 
hyperacusis in children and adolescents. I'm not an expert of 
epidemiology but the work to gather this information was a lot and 
the methods and results seem adequate albeit findings seem to be 
confusing which is related to the heterogeneity of the used methods 
of the single studies. Thus, confusing results are inherent to the 
review and the description of the results should be as detailed as 
they are. On the other hand due to this heterogeneity the main 
conclusion of the paper gets vague. Are there possibilities to draw a 
clearer picture?  
- Can the prevalence rates depicted in dependence from study 
quality, this might shed more detailed light on the results. Or is the 
validity of the prevalence rates dependent from study quality?  
- Could the primary objectives formulated in the introduction be 
answered?  
- For clinicians and scientists it might be of interest if the prevalence 
rates are related to tinnitus at all (including intermittent tinnitus) or 
tinnitus with duration of more than 3, 6, or 12 months. Are there 
differences in prevalence rates with respect to this aspect regarding 
the assumption that this information is not available for most 
studies?  
- Can the authors provide clear orders how to conduct further 
prevalence studies to get valid data? The authors suggest the 
establishment of consensus of researchers with respect to standards 
of assessment und definition of tinnitus and hyperacusis. Perhaps 
the authors might make the first step and provide putative 
suggestions.   

 

REVIEWER Derek Hoare 
University of Nottingham, UK 

REVIEW RETURNED 13-Dec-2015 
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GENERAL COMMENTS Thank you for the opportunity to review this manuscript which 
attempts to systematically review studies reporting the prevalence of 
tinnitus and hyperacusis in children and adolescents. The protocol 
for the review has already been published in BMJ Open and 
changes to the protocol are detailed in the current manuscript. It is 
clearly an extensive piece of work and potentially a useful addition to 
the literature. In its current state however it is quite an inaccessible 
paper both in terms of format inconsistencies and unclear focus. 
Four review objectives are identified but the results and discussion 
are not presented in a way that clearly or conclusively addresses 
them. So the authors need to either revise the objectives of the 
manuscript to reflect the results and discussion, or restructure the 
results and discussion sections. There are also a number of 
outstanding queries mentioned in the review for which the original 
authors should be contacted, otherwise this is a review of the 
publication as opposed to the study per se. There are some 
typographical errors and English language need improvement 
throughout.  
 
Specific comments:  
 
P2L53 – should be past tense  
 
Introduction – would suggest bullet points are not used but the 
points raised are expanded into prose.  
 
Objective 1 is not really meaningful. Was an objective to determine 
an estimate of prevalence for a general or different populations? 
Prevalence according to gender, age, hearing ability, co-morbidity 
etc. Currently the discussion is structured in this way.  
 
Objective 3 is to assess heterogeneity across studies. This was not 
done. The authors might consider reporting confidence intervals 
perhaps. Estimates from different sized sample are otherwise not 
comparable.  
 
PICOS – intervention (none presumably) and study design are not 
defined.  
 
Assessment of study quality: I have an issue with how this is 
presented as study methodological quality is not being assessed. 
Rather the authors are evaluating the utility of the paper for their 
own purposes. E.g. criterion 4 asks whether there is a question on 
tinnitus severity. This is for the purpose of the review (although 
again does not clearly relate to any of the objectives), but might be 
irrelevant to the study under review. I would suggest that an 
alternative word to ‘quality’ is used here and throughout, perhaps 
‘study consistency’ or ‘study relevance’, as that is what is really 
being measured here.  
 
P6L26 – do the author mean ‘outcome measures’ here as opposed 
to ‘outcomes’. Study were included on the basis of the same 
outcome (prevalence) but did not necessarily use the same 
measure.  
 
Figure 1 is not useful and could be deleted. Appendix 1 should 
appear in the main body however.  
 
Figure 2. would replace the word ‘quality’ here. Also ‘animal’ is mis-
spelled.  
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P9 Description of the articles: would change to prose.  
 
Table 1 – the last 3 columns are not intuitive. Also, please define all 
abbreviations in a footnote.  
 
P15 – first paragraph should include references too for consistency.  
P15L37 – 24 or 25?  
Results – suggest this is reordered with heading to directly reflect 
each objective.  
 
P16 – heading ‘Results of the review’ is meaningless. Would 
suggest something more specific like ‘Point prevalence of…’  
 
Table 2 is confusing as subheadings are inconsistent. Would 
suggest they are ‘Tinntisu in general population’, ‘Tinnitus in hearing 
loss’, … I do not at all understand the sub heading ‘tinnitus in normal 
hearing in a school setting with a background population’? as a 
different group? Would also suggest integrating the study under the 
‘studies included with lower quality’ into the other subheading.  
A prevalence value is not reported for many of the studies in Table 
2, is this correct?  
 
Results text is extensive and not all clearly relevant to the objectives 
of the review, should be reduced to bring focus.  
 
P21L6-7 report was unclear, were the original authors contacted for 
clarification?  
 
Table 4 is not useful without more context (question asked and 
participant numbers)  
 
Number of results sections describe approaches to collecting 
reliable answers. These should be pooled, generalised, and related 
to which objective? Please remove bullets for these sections.  
 
P22L12-19 - this should be a table, for consistency.  
 
Results on ‘age’, ‘gender’, ‘severity’ relate to which objective?  
 
P23L19 – peeps?  
 
Table 5 should be integrated with Table 2 as it provides its context.  
 
P26 section on tinnitus prevalence linked to age – delete  
 
Figure 3 not useful – suggest deleting it  
 
P27L28 – ‘severity rate’ not meaningful  
 
P27 – definitions of hyperacusis should be in a table, for 
consistency.  
 
Discussion should be structured to address the stated objectives 
and minimise repetition of the results. Current headings are not 
appropriate.  
 
Delete all bullets and tables from discussion, these are reported 
elsewhere.  
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P30L30 – there is consensus on tinnitus assessment from Langguth, 
B., Goodey, R., Azevedo, A., Bjorne, A., Cacace, A., Crocetti, A., ... 
& Flor, H. (2007). Consensus for tinnitus patient assessment and 
treatment outcome measurement: Tinnitus Research Initiative 
meeting, Regensburg, July 2006. Progress in brain research, 166, 
525-536. The issue is the lack of standard measures for children.  
 
Implications for future research – would reconsider use for ‘quality’ 
here too, suggest ‘consistency’ 

 

VERSION 1 – AUTHOR RESPONSE 

Reviewer 1  

The authors conducted the first review of prevalence of tinnitus and hyperacusis in children and 

adolescents. I'm not an expert of epidemiology but the work to gather this information was a lot and 

the methods and results seem adequate albeit findings seem to be confusing which is related to the 

heterogeneity of the used methods of the single studies. Thus, confusing results are inherent to the 

review and the description of the results should be as detailed as they are. On the other hand due to 

this heterogeneity the main conclusion of the paper gets vague. Are there possibilities to draw a 

clearer picture?  

Thank you for this comment. We agree that the clarity of the objectives and conclusion had become 

obscure.  

We have restructured the objectives and results section to provide a clearer picture. Furthermore, we 

have tried to group studies related to the different populations in order to facilitate the comparability 

across studies. There is also a focus on the different methodology used in terms of the different 

tinnitus questions used in the different studies.  

 

- Can the prevalence rates depicted in dependence from study quality, this might shed more detailed 

light on the results. Or is the validity of the prevalence rates dependent from study quality?  

Thank you for this comment. We have restructured our quality assessment and are now addressing 

study consistency rather than study quality. Quality has been changed to consistency throughout the 

document to avoid misunderstanding.  

 

- Could the primary objectives formulated in the introduction be answered?  

The objectives have been specified, reduced and rephrased and are now also referred directly to in 

the results and discussion. The result section has been restructured and rewritten, as is the 

“Summary of main findings” in the discussion.  

 

- For clinicians and scientists it might be of interest if the prevalence rates are related to tinnitus at all 

(including intermittent tinnitus) or tinnitus with duration of more than 3, 6, or 12 months. Are there 

differences in prevalence rates with respect to this aspect regarding the assumption that this 

information is not available for most studies?  

Thank you for this remark and comment. We agree this is an interesting issue. Four studies in this 

review used a defined timeframe in their study, but they had differently phrased tinnitus question and 

the data you suggest was not available.  

 

- Can the authors provide clear orders how to conduct further prevalence studies to get valid data? 

The authors suggest the establishment of consensus of researchers with respect to standards of 

assessment und definition of tinnitus and hyperacusis. Perhaps the authors might make the first step 

and provide putative suggestions.  

This is done at end of the discussion in the section “Implications for further research”. We have also 

added content.  
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Reviewer 2  

Thank you for the opportunity to review this manuscript which attempts to systematically review 

studies reporting the prevalence of tinnitus and hyperacusis in children and adolescents. The protocol 

for the review has already been published in BMJ Open and changes to the protocol are detailed in 

the current manuscript. It is clearly an extensive piece of work and potentially a useful addition to the 

literature. In its current state however it is quite an inaccessible paper both in terms of format 

inconsistencies and unclear focus. Four review objectives are identified but the results and discussion 

are not presented in a way that clearly or conclusively addresses them. So the authors need to either 

revise the objectives of the manuscript to reflect the results and discussion, or restructure the results 

and discussion sections. There are also a number of outstanding queries mentioned in the review for 

which the original authors should be contacted, otherwise this is a review of the publication as 

opposed to the study per se. There are some typographical errors and English language need 

improvement throughout.  

Thank you for your comments and suggestions. Your review has been very helpful and we have now 

specified, reduced and rephrased the objectives according to your comments and these are listed in 

the objective paragraph.  

 

Also our Results and Discussion section has been rewritten to provide a clear focus and consistency.  

 

Six authors were to be contacted for further information and clarification. Contact details were 

identified for three of those, and we have obtained additional data from one of these.  

 

Typographical errors are hopefully resolved. We have tried to improve the language and made the 

text more consistent throughout.  

 

P2L53 – should be past tense  

Thank you.  

 

Introduction – would suggest bullet points are not used but the points raised are expanded into prose.  

Thank you. We have expanded the introduction section with background literature without using bullet 

points.  

 

Objective 1 is not really meaningful. Was an objective to determine an estimate of prevalence for a 

general or different populations? Prevalence according to gender, age, hearing ability, co-morbidity 

etc. Currently the discussion is structured in this way.  

The objectives have been redefined based on the original idea from the protocol but with focus on the 

comments from the reviewers to get a more clear and understandable objective. We have now 

specified, reduced and rephrased the objectives according to the comments and it is listed in the 

objective paragraph  

They are reduced to three objectives, which also are referred to in the Results and Discussion.  

 

Objective 3 is to assess heterogeneity across studies. This was not done. The authors might consider 

reporting confidence intervals perhaps. Estimates from different sized sample are otherwise not 

comparable.  

Thank you. We have included confidence intervals in Table 2.  

 

PICOS – intervention (none presumably) and study design are not defined.  

This has been added.  

 

Assessment of study quality: I have an issue with how this is presented as study methodological 

quality is not being assessed. Rather the authors are evaluating the utility of the paper for their own 

purposes. E.g. criterion 4 asks whether there is a question on tinnitus severity. This is for the purpose 
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of the review (although again does not clearly relate to any of the objectives), but might be irrelevant 

to the study under review. I would suggest that an alternative word to ‘quality’ is used here and 

throughout, perhaps ‘study consistency’ or ‘study relevance’, as that is what is really being measured 

here.  

Thank you for this remark and concern. We agree that this review measures “study consistency” 

rather than “study quality” and have used an alternative word to “quality” throughout the text.  

 

 

P6L26 – do the author mean ‘outcome measures’ here as opposed to ‘outcomes’. Study were 

included on the basis of the same outcome (prevalence) but did not necessarily use the same 

measure.  

Thank you for this comment. We have changed the wording to “outcome measures”.  

 

Figure 1 is not useful and could be deleted. Appendix 1 should appear in the main body however.  

We have deleted Figure 1 and included Appendix 1 in the main body  

 

Figure 2. would replace the word ‘quality’ here. Also ‘animal’ is mis-spelled. Figure 2 has been 

corrected.  

 

P9 Description of the articles: would change to prose.  

This has been changed.  

 

Table 1 – the last 3 columns are not intuitive. Also, please define all abbreviations in a footnote.  

The last 3 columns are now explained in Table 1 and all abbreviations are defined.  

 

P15 – first paragraph should include references too for consistency.  

Thank you. We have included references.  

 

P15L37 – 24 or 25?  

Thank you. Should be 24.  

 

Results – suggest this is reordered with heading to directly reflect each objective.  

Thank you for this suggesting. We have rewritten the result section with heading to directly reflect 

each objective.  

 

P16 – heading ‘Results of the review’ is meaningless. Would suggest something more specific like 

‘Point prevalence of…’  

Thank you. This has been changed.  

 

 

Table 2 is confusing as subheadings are inconsistent. Would suggest they are ‘Tinnitus in general 

population’, ‘Tinnitus in hearing loss’, … I do not at all understand the sub heading ‘tinnitus in normal 

hearing in a school setting with a background population’? as a different group? Would also suggest 

integrating the study under the ‘studies included with lower quality’ into the other subheading.  

Thank you for pointing this out. We have now revised Table 2 regarding to your suggestions and have 

incorporated Table 5 “tinnitus question used” as suggested.  

 

The group with the sub heading “tinnitus in normal hearing in school setting with a background 

population” has been grouped together with the remaining normal population studies for normal 

hearing individuals.  

A prevalence value is not reported for many of the studies in Table 2, is this correct?  

Yes this is correct.  
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To provide a clearer picture, we have included grey areas in the table, which represent specific group 

prevalence, which was not investigated in the particular study.  

 

Results text is extensive and not all clearly relevant to the objectives of the review, should be reduced 

to bring focus.  

Thank you. The Results section has been restructured and reduced.  

 

P21L6-7 report was unclear, were the original authors contacted for clarification?  

The authors of this study were contacted, but without any answer.  

 

Table 4 is not useful without more context (question asked and participant numbers)  

Thank you. As a part of the reduction, this table has been deleted.  

 

Number of results sections describe approaches to collecting reliable answers. These should be 

pooled, generalised, and related to which objective? Please remove bullets for these sections.  

Thank you for this comment. The result section has been restructured and rewritten. We have 

included relevant headings linked to the objectives, e.g. “Reliable answers”.  

 

P22L12-19 - this should be a table, for consistency.  

Thank you. This table has been deleted.  

Results on ‘age’, ‘gender’, ‘severity’ relate to which objective?  

Thank you for this comment. This has been taken into consideration and has been addressed as a 

part of the revision in the result section.  

The objective regarding population have been reframed to specific include age and gender.  

 

P23L19 – peeps?  

The word “peeps” is part of a quote directly from the article.  

 

Table 5 should be integrated with Table 2 as it provides its context.  

Thank you for this comment. We have integrated Table 5 with Table 2.  

 

P26 section on tinnitus prevalence linked to age – delete  

We have restructured the Results section in general.  

 

Figure 3 not useful – suggest deleting it:  

Thank you for this comment. We prefer to keep the figure to give a visualization of the different ages 

examined.  

 

P27L28 – ‘severity rate’ not meaningful  

Thank you for this comment. We have changed the wording to “Distinguishing between tinnitus 

sensation and distress”  

 

P27 – definitions of hyperacusis should be in a table, for consistency.  

This has been changed.  

 

Discussion should be structured to address the stated objectives and minimise repetition of the 

results. Current headings are not appropriate.  

Thank you for this very useful comment. We have restructured and rewritten the Discussion section.  

 

Delete all bullets and tables from discussion, these are reported elsewhere.  

Thank you. This has been done and it is incorporated in the text.  
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P30L30 – there is consensus on tinnitus assessment from Langguth, B., Goodey, R., Azevedo, A., 

Bjorne, A., Cacace, A., Crocetti, A., ... & Flor, H. (2007). Consensus for tinnitus patient assessment 

and treatment outcome measurement: Tinnitus Research Initiative meeting, Regensburg, July 2006. 

Progress in brain research, 166, 525-536. The issue is the lack of standard measures for children.  

Thank you for sharing this reference. We have included it in the discussion of consistencies across 

studies.  

 

Implications for future research – would reconsider use for ‘quality’ here too, suggest ‘consistency’  

We have made this change. 

VERSION 2 – REVIEW 

REVIEWER Martin Schecklmann 
Department of Psychiatry and Psychotherapy, University of 
Regensburg, Germany 

REVIEW RETURNED 08-Feb-2016 

 

GENERAL COMMENTS Well done.  

 

REVIEWER Derek Hoare 
Univeristy of Nottingham, UK. 

REVIEW RETURNED 16-Feb-2016 

 

GENERAL COMMENTS Thank you for the opportunity to review this substantially revised 
manuscript on epidemiological studies of hyperacusis and tinnitus in 
children. The authors have refined their objectives, removing one of 
the original objectives which was to establish prevalence estimates, 
focusing the review on how population characteristics and 
methodological differences influence (correlate?) estimates within 
and across studies. A third objective is to assess heterogeneity of 
studies. Whilst the manuscript structure has been revised there is a 
need for further major revision to synthesis the evidence further in 
the narrative.  
 
Major comments:  
 
The additions to the introduction, particularly P3L12-32 are 
essentially summarising methodolological differences in the 
literature; this in effect provides a summary answer to objective 2. It 
is therefore not a convincing argument for the review to be done. 
This needs to be removed.  
 
Given the current objectives the introduction should focus on the 
need for a reliable estimate. Indeed given BMJ Open has a broad 
readership I think it necessary to provide some background on 
tinnitus and hyperacusis in children, a description, and a brief 
account of its current management, and by what clinicians.  
 
‘Assessment of study consistency’. This is ambiguous; is it 
methodological consistency across studies? Were authors contacted 
for the relevant information? This is critical as if not then the 
‘consistency’ comparison reflects that publication and not 
necessarily the study, and you would have a biased sample of 
papers included. I think it would have been more appropriate to 
include all studies meeting PICOS and conduct a sensitivity analysis 
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based on the ‘consistency’ assessment and/or on missing 
information. Bias in the sampling should be considered in limitations 
of the review.  
 
There needs to be a more convincing argument that syntheses were 
not possible, i.e. that the measures and constructs being measured 
in the different studies so different they cannot be pooled?  
 
Results are not structured according to the objectives so is a bit 
difficult to follow. Object 2 appears to be addressed first (on page 
16?), then objective 1 (page 22?), and objective 3 is something that 
is a general observation that is not really addressed until the 
discussion, and then only briefly. The results are largely descriptive 
and there is little narrative synthesis. Each results paragraph should 
extend to a narrative synthesis on what are the implications of this 
collective for prevalence estimate. Much of the results section is so 
descriptive it might better be presented in tables, allowing more text 
for narrative synthesis. E.g. does gender affect prevalence 
estimates? Does hearing ability affect prevalence estimates? There 
should be sufficient narrative on each factor in the results to inform a 
recommendation in the discussion.  
 
The discussion also is too descriptive and repetition in places. 
Would suggest the discussion should contain only 3 subheading, 
one for each objective, and under these the you provide a 
conclusion on those objectives, based on a narrative synthesis.  
 
Additional comments:  
 
Throughout, 'internal consistency' is an inappropriate terminology; 
this refers to the correlation between items within a study supposed 
to measure the same construct; that is not what is being assessed 
here. Would suggest just use ‘(methodological) consistency across 
studies’.  
 
P4L30 – typo ‘he’  
 
P5L11 – ‘similar studies with comparable populations’; including this 
in the PICOS implies you only included studies where there was a 
between group comparison within the study. If not the case then the 
essential Comparison should be ‘none’.  
 
P5L13 - Distress in not listed as an outcome, yet is used 
interchangeable in the main text. Would suggest more consistent 
use of severity, annoyance, bothersome, distress, throughout. 
Would suggest the authors remain consistent in their description in 
order to separate themselves from the heterogeneity in the included 
studies.  
 
The terms misophonia and phonophobia are included in the search 
terms yet do not feature in the PICOS. Terminology should be 
clearly explained in the introduction.  
 
P7L45 – ‘severity rate’ is not meaningful, do you mean ‘..incidence 
of severe tinnitus..’?  
 
P7L50-51 – here the terms ‘relevance’ and ‘relevance score’ are 
used. Is this what is meant by ‘consistency’? Consider just using one 
term that best captures what is required; relevance refers to 
individual studies, consistency refers to features across studies.  
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P8L4-6 – this should appear after extraction.  
 
P8L33 – ‘internal validity’ – Do you mean consistency across 
studies.  
 
P15L10-11 – not sure what this refers to.  
 
Age range is reported inconsistently across the text and Figure 2; 
lower age 3 or 5 or 7?  
 
P15L36 – what does ‘elements’ refer to here?  
 
P15L44-46 – avoid use of ‘external consistency’ and ‘external 
consistency’.  
 
‘Included with caution’ – this term appears first in results but needs 
to be described in methods. What exactly is meant by this?  
 
P16L30 – is this the start of data relevant to the objectives? It 
appears to relate to Objective 2 – clarify with an appropriate 
heading. ‘Point prevalence’ is no longer relevant to the review as the 
objective related to prevalence has been removed.  
 
P22L30 – is this where Objective 1 starts to be addressed? Need a 
clear heading.  
 
P22L48-9 – this relates to missing data as opposed the effects of 
age on prevalence statistics, so is not relevant here.  
 
P23L10-12 – differentiate ‘general paediatric’ and ‘mixed population’ 
here; do you mean that a mixed population was specifically selected 
for the study? In this section also, the issue of missing data is raised. 
Were authors contacted? In any case, it is not relevant to this 
section of the manuscript.  
 
P23L51 – not relevant.  
 
P24 – section on hyperacusis should have exactly the same 
subsections as the tinnitus section, and clearly address the 3 
objectives.  
 
P25L41 and P27L18 and L50 – delete ‘internal’.  
 
Discussion should extend into what the authors recommend, based 
on what they have reviewed. Is there a question or tool that might be 
proposed as a standard? What would be recommended for 
research? The BSA tinnitus guidance referred to may be appropriate 
for clinical practice but will it be useful for epidemiological studies? 
And if so what elements would you recommend? Does the guidance 
have standard definitions that might be used, or is there a clearly 
identified need to define things further? If so who would lead it? 

 

VERSION 2 – AUTHOR RESPONSE 

Reviewer 1  

Well done.  

Response: Thank you.  
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Reviewer 2  

Thank you for the opportunity to review this substantially revised manuscript on epidemiological 

studies of hyperacusis and tinnitus in children. The authors have refined their objectives, removing 

one of the original objectives which was to establish prevalence estimates, focusing the review on 

how population characteristics and methodological differences influence (correlate?) estimates within 

and across studies. A third objective is to assess heterogeneity of studies. Whilst the manuscript 

structure has been revised there is a need for further major revision to synthesis the evidence further 

in the narrative.  

Response: It was not our intention to remove the prevalence focus, which we aimed to signal 

indirectly by using the word “estimates” in the objective. To clarify this, we have now added the word 

“prevalence” to the objective: To determine methodological difference implicated in the variability of 

prevalence estimates, including those deriving from the tinnitus question used, approaches to 

collecting reliable answers and the characteristics of the investigated tinnitus sensations.  

 

We agree that it would be desirable if the results could be pooled in meta-analysis, but as long as the 

research question used to determine tinnitus are so divers as this review shows, it is questionable if 

the studies are investigating the same outcome.  

 

We have tried throughout the text (result and discussion) to include various comparisons between 

studies where this is meaningful. We find that this is the best way to present how studies can be 

compared. Often it is only possible to compare a few studies directly because the methodological 

differences and the population differences make it difficult. It is an important aspect of this review that 

study differences regarding tinnitus and hyperacusis make it impossible to compare different studies 

directly. By pooling the studies, we would get biased estimates anyway due to the large differences 

between the included studies. We have therefore decided that the message in this review is best 

presented if we indicate and focus on study differences instead of further synthesis of results across 

studies.  

 

Major comments:  

The additions to the introduction, particularly P3L12-32 are essentially summarising methodolological 

differences in the literature; this in effect provides a summary answer to objective 2. It is therefore not 

a convincing argument for the review to be done. This needs to be removed.  

Response: We expanded the introduction section with more detail on the background literature due to 

the editorial comment in the first revision, but have now removed the additions as recommended.  

 

Given the current objectives the introduction should focus on the need for a reliable estimate. Indeed 

given BMJ Open has a broad readership I think it necessary to provide some background on tinnitus 

and hyperacusis in children, a description, and a brief account of its current management, and by 

what clinicians. Response: Thank you for this comment. We now have expanded the introduction as 

recommended.  

(P3)  

 

‘Assessment of study consistency’. This is ambiguous; is it methodological consistency across 

studies? Were authors contacted for the relevant information?  

This is critical as if not then the ‘consistency’ comparison reflects that publication and not necessarily 

the study, and you would have a biased sample of papers included. I think it would have been more 

appropriate to include all studies meeting PICOS and conduct a sensitivity analysis based on the 

‘consistency’ assessment and/or on missing information. Bias in the sampling should be considered in 

limitations of the review. Response: Assessment of methodological consistency was done as a part of 

the inclusion/exclusion process but have also provided information used in the result section. Due to 

the first revision, we are now addressing methodological consistency across studies rather than study 

quality, but still with the threshold approach saying that studies with a total score under 3 were 
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excluded.  

We have edited both the description in the Methods section (P6-8) and in the Results section and 

hope this make our process and decisions more easy to follow.  

 

We agree that an alternative approach were to include all studies meeting PICOS and conduct a 

sensitivity analysis based on the ‘consistency’. However, we decided upon the threshold approach 

and in order to be faithful to the study protocol article and the original intensions of the study, we feel 

we need to continue to do that.  

 

As stated in the previous revision: “Six authors were to be contacted for further information and 

clarification. Contact details were identified for three of those, and we have obtained additional data 

from one of these.” (P4L41-43)  

Limitations of this study have been extended with ‘bias in the sampling’, ‘interview bias’ and ‘missing 

data’. (P37-38)  

 

There needs to be a more convincing argument that syntheses were not possible, i.e. that the 

measures and constructs being measured in the different studies so different they cannot be pooled?  

Response: Thank you for this comment. We have now added arguments for the heterogeneity of the 

studies at the “Data collection” section at P7-8, and have reworded the argument from not being 

possible to: ’All this meant that study findings could not be compared statistically and it was not 

meaningful to poll prevalence estimates in a meta-analysis.‘ (P8L6-7). The main problem is definitely 

the construct being used (the exact wording of the tinnitus question) and different population types. 

Furthermore, the result section has been updated and studies are compared within the different 

groups where comparison is possible. More has also been added to the discussion paragraph 

especially when the wording of the tinnitus question is discussed.  

 

Results are not structured according to the objectives so is a bit difficult to follow. Object 2 appears to 

be addressed first (on page 16?), then objective 1 (page 22?), and objective 3 is something that is a 

general observation that is not really addressed until the discussion, and then only briefly. The results 

are largely descriptive and there is little narrative synthesis. Each results paragraph should extend to 

a narrative synthesis on what are the implications of this collective for prevalence estimate. Much of 

the results section is so descriptive it might better be presented in tables, allowing more text for 

narrative synthesis. E.g. does gender affect prevalence estimates? Does hearing ability affect 

prevalence estimates? There should be sufficient narrative on each factor in the results to inform a 

recommendation in the discussion.  

Response: Objective 2 are now moved to be objective 1.  

(New) objective 1 are addressed at P22-27) (new) objective 2 are addressed at P28-31  

Objective 1 and 2 regarding hyperacusis are addressed at P31-32  

The third objective is addressed at P32-33.  

 

The discussion also is too descriptive and repetition in places. Would suggest the discussion should 

contain only 3 subheading, one for each objective, and under these the you provide a conclusion on 

those objectives, based on a narrative synthesis.  

Response: Thank you. We have changed the discussion to address the three objectives. The 

subhead Methodological differences answers to objective one (P33-34). Subhead Population 

characteristics refer to objective two (P35-36) with a combined answer for both objectives on 

hyperacusis afterwards (also on P36)  

The subhead Heterogeneity across studies replies the third objective.  

 

Additional comments:  

Throughout, 'internal consistency' is an inappropriate terminology; this refers to the correlation 

between items within a study supposed to measure the same construct; that is not what is being 
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assessed here. Would suggest just use ‘(methodological) consistency across studies’.  

Response: Thank you. We have instead used the wording “methodological consistency across 

studies” here and across the manuscript.  

 

P4L30 – typo ‘he’ Response: Thank you.  

 

P5L11 – ‘similar studies with comparable populations’; including this in the PICOS implies you only 

included studies where there was a between group comparison within the study. If not the case then 

the essential Comparison should be ‘none’. Response: Thank you.  

 

P5L13 - Distress in not listed as an outcome, yet is used interchangeable in the main text. Would 

suggest more consistent use of severity, annoyance, bothersome, distress, throughout. Would 

suggest the authors remain consistent in their description in order to separate themselves from the 

heterogeneity in the included studies.  

Response: Thank you for this very useful comment. We have changed the wordings only to include 

‘severity’ and ‘troublesome tinnitus’.  

 

The terms misophonia and phonophobia are included in the search terms yet do not feature in the 

PICOS. Terminology should be clearly explained in the introduction.  

Response: The terms misophonia and phonophobia were presented and explained in the study 

protocol, which we are pointing to in the introduction. Additional we have added a paragraph on the 

terms misophonia and phonophobia  

 

In our search we only found very few hyperacusis articles and none of them used the words 

misophonia or phonophobia instead of hyperacusis. So the terms misophonia and phonophobia didn't 

identify any additional studies.  

 

P7L45 – ‘severity rate’ is not meaningful, do you mean ‘..incidence of severe tinnitus..’?  

Response: Have changed it to incidence of severe tinnitus.  

 

P7L50-51 – here the terms ‘relevance’ and ‘relevance score’ are used. Is this what is meant by 

‘consistency’? Consider just using one term that best captures what is required; relevance refers to 

individual studies, consistency refers to features across studies.  

Response: Thank you.  

 

P8L4-6 – this should appear after extraction.  

Response: We have moved the paragraph “Two reviewers (SNE and JHS) extracted data and used 

the checklists presented in the study protocol, and one of the other reviewers was consulted if 

necessary to reach consensus” so it now appear after extraction (P7L7-8)  

 

P8L33 – ‘internal validity’ – Do you mean consistency across studies.  

Response: We have change this sentence to: 40 studies were assessed to evaluate consistency 

using the methodological consistency checklist (P8L30-31)  

 

P15L10-11 – not sure what this refers to.  

Response: We have expanded the descriptive items regarding populations studied to provide more 

information on how to read Table 1.  

 

Age range is reported inconsistently across the text and Figure 2; lower age 3 or 5 or 7?  

Response: Thank you for spotting this. At P10L9-17. we have now added our argumentation for the 

differences in lower age reported.  
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P15L36 – what does ‘elements’ refer to here?  

Response: Have changed the wording to “description of tinnitus” instead of using the term “elements”.  

 

P15L44-46 – avoid use of ‘external consistency’ and ‘external consistency’.  

Response: Have changed it to “consistency”.  

 

‘Included with caution’ – this term appears first in results but needs to be described in methods. What 

exactly is meant by this?  

Response: Thank you for this comment, which also was addressed in the previous revision.  

We recognize that this approach can be misleading and have now included all studies on equal terms.  

Our concerns and cautions of some of the studies are instead addressed in the discussion section.  

 

P16L30 – is this the start of data relevant to the objectives? It appears to relate to Objective 2 – clarify 

with an appropriate heading. ‘Point prevalence’ is no longer relevant to the review as the objective 

related to prevalence has been removed.  

Response: Thank you. We have changed the heading to ‘Findings of the review’  

 

P22L30 – is this where Objective 1 starts to be addressed? Need a clear heading.  

Response: We have changes this as well.  

 

P22L48-9 – this relates to missing data as opposed the effects of age on prevalence statistics, so is 

not relevant here.  

Response: Thank you. We have moved all comments on missing data to the Discussion section.  

 

P23L10-12 – differentiate ‘general paediatric’ and ‘mixed population’ here; do you mean that a mixed 

population was specifically selected for the study? In this section also, the issue of missing data is 

raised. Were authors contacted? In any case, it is not relevant to this section of the manuscript.  

Response: Mixed population refer to studies that have reported prevalence numbers from both normal 

hearing children and children with hearing impairment. These studies presented one prevalence 

number for children with normal hearing, and another for hearing impaired children based on the 

same population. This is explained at P17L5-6)  

The issue of missing data is moved to the discussion section.  

 

P23L51 – not relevant.  

Response: We have removed it.  

 

P24 – section on hyperacusis should have exactly the same subsections as the tinnitus section, and 

clearly address the 3 objectives.  

Response: We have restructured the hyperacusis result as suggested.  

 

P25L41 and P27L18 and L50 – delete ‘internal’.  

Response: We have deleted ‘internal’.  

 

Discussion should extend into what the authors recommend, based on what they have reviewed. Is 

there a question or tool that might be proposed as a standard? What would be recommended for 

research? The BSA tinnitus guidance referred to may be appropriate for clinical practice but will it be 

useful for epidemiological studies? And if so what elements would you recommend? Does the 

guidance have standard definitions that might be used, or is there a clearly identified need to define 

things further? If so who would lead it?  

Response: The discussion has been extended and reflects on interview bias and missing data as well 

as bias in the sampling in order to address some of the questions here raised. 

 

 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-2015-010596 on 3 June 2016. D

ow
nloaded from

 

http://bmjopen.bmj.com/


VERSION 3 - REVIEW 

REVIEWER Derek Hoare 
Univesity of Nottingham, UK 

REVIEW RETURNED 06-Apr-2016 

 

GENERAL COMMENTS Thank you for the opportunity to review this substantially revised 
manuscript detailing which reviews a number of issues relevant to 
the epidemiology of tinnitus and hyperacusis in children. Whilst 
improved, there are still a number of inconsistencies and reporting 
issues that limit the manuscripts accessibility. The results are difficult 
to follow as reporting on objectives and effects of single variables 
are in places not clearly delineated. The manuscript is now quite 
long and should be distilled.  
 
Specifically:  
 
Suggest cutting reference to adults, e.g. P3L5-10, P3L42-46, 
unnecessary detail.  
 
P3L7 – do you mean ‘incidence’ here?  
 
Object could be more specifically defined  
– objective 1; do you mean to exclude hyperacusis for this 
objective?  
- Objective 3 – define heterogeneity here; in the manuscript it is 
used to refer to methodological or statistical heterogeneity?  
 
P4L43 – ‘included’ as opposed to ‘rated’?  
 
P4L53 – details of missing data should be reported with data 
extraction  
 
P5L4 – screened before selected.  
P5L5 – delete.  
 
P7L16-26 – this is not relevant to your review, would delete.  
 
P7L46-8 – this should form part of the criteria (4) description above 
it.  
 
P8L4-15 – is this more results? Related to objective 3?  
 
Results: the step from 40 down to 25 included studies is not reported 
until the discussion, needs to be detailed in the results.  
 
P9L5-11 – reporting here seems random, suggest adopting a 
parallel structure, i.e. did reported x, did not report y in each case.  
 
P9L13-17 – not appropriate to report here, move to study selection.  
 
Table 1 footer – need to link to table heading.  
 
P15L16 – ‘study’  
 
P21L31-34, L48-50 - does this information relate to objective 2 
rather than 1?  
 
P21L54 – for clarity would suggest keeping any headers consistent 
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with their description in the objectives, e.g. ‘Approaches to collecting 
reliable answers’  
 
P22L15 – here and throughout – be clear whether your interpretation 
refers to the record or the study, i.e. if referring to the ‘study’ I 
assume you have reviewed more than the journal publication, 
received information from authors etc. If talking purely about 
information contained with the record, then record should be used.  
 
Throughout the results it is not clear to me why the authors choose 
to subgroup their populations from the outset in order to think about 
the variable they are interested in. Would suggest deleting all 
subheading not relevant to the stated objectives, or clearly and 
separately reporting this as secondary analyses. The primary 
variables should be investigated, and only if indicated should the 
subgroup analyses be explored. Subgroup appears an arbitrary 
selection rather than systematic.  
 
P23L38 – does this subheading relate to objective 1? Not clear.  
 
P24L45 – does this subheading relate to objective 2? Not clear.  
 
P25 – subheading and text related to noise-induced tinnitus – this is 
aetiology and so which objective does this relate to? Not clear, 
suggest cutting.  
 
P28 – would suggest deleting all subheadings here, discuss age 
generally first, then consider the influence of other variables if 
indicated.  
 
P29 – as above for gender, discuss as a single variable before 
subgrouping.  
 
P31L19 – why are age and gender grouped together? Not 
consistent.  
 
Comorbidities are not reported for hyperacusis? Why?  
 
P31L36; how does this differ from what has already been 
presented? Reference in the discussion to confidence intervals 
should stem from here.  
 
P32L25 – important? How.  
 
P32L29 – ‘interpretation’ is not presented.  
 
BTA – spell in full  
 
P36L9 – ‘more consistency’ is fine but what would you recommend? 
Also, what about hyperacusis, is there guidance?  
 
Limitations of this study; remove subheadings.  
 
P37 – section on missing data – this is not discussion, needs to 
move to methods/results. Discussion can address the implications of 
missing data for the estimates of prevalence if you feel it is 
warranted. 
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VERSION 3 – AUTHOR RESPONSE 

Response:  

Thank you for your comments and input.  

The manuscript has been shortened and the result section has been restructured in order to 

accommodate reviewer 2’s comments and concerns.  

The category of noise exposure tinnitus has been deleted due to concerns regarding manuscript 

length.  

 

Specifically:  

Reviewer 2: Suggest cutting reference to adults, e.g. P3L5-10, P3L42-46, unnecessary detail.  

Response: We have deleted P3L5-10 and P3L42-46.  

 

Reviewer 2: P3L7 – do you mean ‘incidence’ here?  

Response: We have removed this material from the Introduction section to make the manuscript more 

concise.  

 

Reviewer 2: Object could be more specifically defined – objective 1; do you mean to exclude 

hyperacusis for this objective? - Objective 3 – define heterogeneity here; in the manuscript it is used 

to refer to methodological or statistical heterogeneity?  

Response: Thank you for this comment. Objectives 1 and 3 are now more specifically defined:  

Objective 1 now includes hyperacusis and is worded: To determine methodological differences 

implicated in the variability of prevalence estimates, including those deriving from the 

tinnitus/hyperacusis question used, approaches to collecting reliable answers and the characteristics 

of the tinnitus/hyperacusis sensations.  

Objective 3 now include define heterogeneity and are worded:  

To assess the methodological heterogeneity across studies and to determine if pooling the studies is 

feasible.  

 

Reviewer 2: P4L43 – ‘included’ as opposed to ‘rated’?  

Response: Thank you. We would prefer to use the word ‘included’ here.  

 

Reviewer 2: P4L53 – details of missing data should be reported with data extraction  

Response: We have moved this part of the missing data details to P6 at the bottom as suggested. 

The section on missing data in the discussion has been moved to P17 as suggested further down.  

 

Reviewer 2: P5L4 – screened before selected. P5L5 – delete  

Response: The suggested changes have been done.  

 

Reviewer 2: P7L16-26 – this is not relevant to your review, would delete.  

Response: We have reworded and shortened the section regarding GRADE.  

 

Reviewer 2: P7L46-8 – this should form part of the criteria (4) description above it.  

Response: Have moved it to criteria (4).  

 

Reviewer 2: P8L4-15 – is this more results? Related to objective 3?  

Response: This part has been deleted so that the manuscript is concise.  

 

Reviewer 2: Results: the step from 40 down to 25 included studies is not reported until the discussion, 

needs to be detailed in the results..  

Response: We have moved details of this process from the discussion section to the result section 

(P8, at the bottom).  
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Reviewer 2: P9L5-11 – reporting here seems random, suggest adopting a parallel structure, i.e. did 

reported x, did not report y in each case  

Response: While we appreciate your suggestion, we want to take the opportunity to comment upon 

specific aspects of certain papers and have not modified this section.  

 

Reviewer 2: P9L13-17 – not appropriate to report here, move to study selection.  

Response: We have deleted results and reworded the sentence.  

 

Reviewer 2: Table 1 footer – need to link to table heading.  

Response: Done  

 

Reviewer 2: P15L16 – ‘study’  

Response: Changed the wording of the sentence.  

 

Reviewer 2: P21L31-34, L48-50 - does this information relate to objective 2 rather than 1?  

Response: The main point being made here is about the tinnitus question and therefor relates to 

objective 1.  

 

Reviewer 2: P21L54 – for clarity would suggest keeping any headers consistent with their description 

in the objectives, e.g. ‘Approaches to collecting reliable answers’  

Response: Thank you. Done.  

 

Reviewer 2: P22L15 – here and throughout – be clear whether your interpretation refers to the record 

or the study, i.e. if referring to the ‘study’ I assume you have reviewed more than the journal 

publication, received information from authors etc.  If talking purely about information contained with 

the record, then record should be used.  

Response: Throughout the manuscript, when referring to a specific article included in the review, we 

We now use the word ‘article’ instead of ‘study’.  

 

Reviewer 2: Throughout the results it is not clear to me why the authors choose to subgroup their 

populations from the outset in order to think about the variable they are interested in.  Would suggest 

deleting all subheading not relevant to the stated objectives, or clearly and separately reporting this as 

secondary analyses.  The primary variables should be investigated, and only if indicated should the 

subgroup analyses be explored.  Subgroup appears an arbitrary selection rather than systematic.  

Response: The Results section has been modified as suggested. All subheadings not relevant to the 

stated objectives are now deleted, and subgroups are only explored if this could explain some of the 

findings.  

 

Reviewer 2: P23L38 – does this subheading relate to objective 1? Not clear.  

Response: The subheading is changed to “Characteristics of the reported tinnitus sensation”.  

 

Reviewer 2: P24L45 – does this subheading relate to objective 2? Not clear.  

Response: The subheading referring to the different populations investigated have been deleted from 

this section as suggested.  

 

Reviewer 2: P25 – subheading and text related to noise-induced tinnitus – this is aetiology and so 

which objective does this relate to?  Not clear, suggest cutting.  

Response: Whilst concerns about the material regarding noise-induced tinnitus had not previously 

been raised, we accept the concern about manuscript length. This material has been deleted so that 

the manuscript is concise.  

 

Reviewer 2: P28 – would suggest deleting all subheadings here, discuss age generally first, then 
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consider the influence of other variables if indicated  

Response: The subheading referring to the different populations investigated have been deleted from 

this section and the suggested changes have been made.  

 

Reviewer 2: P29 – as above for gender, discuss as a single variable before subgrouping.  

Response: This section has been modified as well.  

 

Reviewer 2: P31L19 – why are age and gender grouped together? Not consistent.  

Response: We initially presented age and gender together because there was very little data. We 

have now divided it into two groups to provide consistency.  

 

Reviewer 2: Comorbidities are not reported for hyperacusis? Why?  

Response: It was not reported because the articles did not mention it. This information is now added 

at P32.  

 

Reviewer 2: P31L36; how does this differ from what has already been presented?  Reference in the 

discussion to confidence intervals should stem from here.  

Response: In this section we sought to build upon previous/earlier mention of heterogeneity across 

studies and placed that in context.  

 

Reviewer 2: P32L25 – important?  How..  

Response: We have rephrased the sentence.  

 

Reviewer 2: P32L29 – ‘interpretation’ is not presented.  

Response: We have rephrased the sentence.  

 

Reviewer 2: BTA – spell in full.  

Response: Done.  

 

Reviewer 2: P36L9 – ‘more consistency’ is fine but what would you recommend?    

Also, what about hyperacusis, is there guidance?  

Response: This information is provided in the section ‘Implications for further research’ and can be 

found on P35.  

At this point no guidance on childhood hyperacusis exist to our knowledge. We have made a 

comment on this at the bottom of P36.  

 

Reviewer 2: Limitations of this study; remove subheadings.  

Response: Done  

 

Reviewer 2: P37 – section on missing data – this is not discussion, needs to move to 

methods/results.  Discussion can address the implications of missing data for the estimates of 

prevalence if you feel it is warranted.  

Response: Section on missing data has been moved to P17. 
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