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Management of Primary Obstructive
Megaureter by Endoscopic
High-Pressure Balloon Dilatation.
IDEAL Framework Model as a New
Tool for Systematic Review

Rosa M. Romero*

Pedlatric Urology Unit, Hospital Universitario Virgen del Rocio, Seville, Spain

Introduction: Therapeutic management of primary obstructive megaureter (POM)
requiring surgery has been under debate for the last 15 years especially regarding
the outcomes of endoscopic techniques compared to most traditional approaches.
This review aims to analyze endoscopic High-Pressure Balloon Dilatation (HPBD)
using the IDEAL model, a five-stage framework that describes surgical innovations
(Idea, Development, Exploration, Assessment, and Long-term Study) and provides
recommendations for a rigorous stepwise surgical research pathway. This model has
been developed and demonstrated its value in evaluating surgical innovations assessing
data quality and providing relevant information for the optimal design and feasibility of
research in surgery.

Materials and Methods: A systematic review of the published series of endoscopic
HPBD in patients with POM was done using the IDEAL model as a tool to assess
evidence quality. Reported clinical outcomes are also analyzed and reviewed.

Results: The analysis of the results of the systematic assessment of the reported
cohort of patients treated with HPBD for POM that the technique up to date is in
stage 2a and stage 2b, or development. Evidence quality among the reported cohorts
of patients with POM treated with HPBD is adequate, although systematization and
standardization should be improved. Clinical outcomes of HPBD in the management
of POM consistently show a 87.7% success rate with a negligible operative complication
rate once “learning curve” has been surpassed. Symptomatic vesicoureteral reflux (VUR)
is the main reason for ureteric reimplantation, but asymptomatic VUR does not seem to
influence clinical outcome.

Conclusions: The IDEAL framework and recommendations have allowed a systematic
analysis of the evidence quality of the reported experience in the management of
children with POM with HPBD of the vesicoureteral junction. The available evidence
demonstrates that HPBD is an effective treatment for patients with POM, with a long-term
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success rate of 87.7% with very low morbidity. Future research mandates a
standardization of data reporting, “ideally” following IDEAL recommendations, that would
be required for any intervention and facilitate comparative analysis.

Keywords: megaureter, endourologic treatment, research in surgery, evidence-based medicine, clinical outcome
assessment (COA), CAKUT (congenital anomalies of the kidney and urinary tract), minimally invasive surgery (MIS)

INTRODUCTION

The therapeutic approach of patients with primary obstructive
megaureter POM that require surgery due to progressive
dilatation, ongoing symptoms, and or renal function
deterioration remains under debate. Although ureteral
reimplantation with or without tapering has been acknowledged
as the mainstream treatment for these patients, other approaches
aiming to overcome the difficulties of reimplantation of a grossly
dilated ureter into a small infant bladder and the potential
morbidity associated with it have emerged (1).

There has been an increasing interest in a minimally invasive
approach to this challenging issue, and different groups have
reported a variety of endoscopic techniques.

The role of these different endoscopic techniques has not been
well-established mainly due to the lack of consistent evidence to
support it. Poor quality data or evidence is a generalized problem
when defining the impact and potential safety implications of
surgical innovations (2). This situation is especially aggravated
in the case of the POM, given its relatively low incidence
and the variability between working groups within pediatric
urology (3).

Since first reported as a temporary treatment for complicated
POM in 1998 by Angulo et al. endoscopic high pressure balloon
dilatation (HPBD) of the vesicoureteral junction, has been used
by different groups, evolved, and even changed the scope of its
expected outcome from a temporary treatment to a definitive
approach (4-6).

The evaluation of surgical or interventional techniques should
be done with the appropriate model that takes into account
both the technique and its development process, from the
development of the concept to its modifications and expansion,
to be able to adequately describe what their results are and
compare them with other techniques (7, 8).

HPBD for POM is an endoscopic procedure that as other
endourological procedures in children is a complex intervention,
and its outcomes and therefore its assessment is affected by
factors such as operator, team, equipment, setting, learning
curves among others (9). These characteristics have led to
persistent difficulties in obtaining high-quality evidence to
determine the role of HPBD in the management of POM that
requires surgical intervention.

The IDEAL framework provides an excellent tool in the
complex task of evaluating a new surgical technique or
procedure, even more complex in pediatric urology, because of
ethical and technical considerations and the significant small
caseload and patient-related variability (3, 10).

The IDEAL collaboration is a framework that allows the
assessment of a surgical technique or innovation according to
the stages in which innovation in surgery occurs, from the

development of the Idea, Development, Exploration, Assessment,
and Long-term follow-up (11).

The objective of this work is to evaluate the technical
development of HPBD in the treatment of patients with POM
and its clinical outcome in a systematic way using the IDEAL
framework as an analysis tool.

MATERIALS AND METHODS

A systematic search in Pub Med of “Primary Obstructive
Megaureter” was conducted with a 10 years publication date
filter (primary [All Fields] AND obstructive [All Fields]
AND megaureter [All Fields]) AND (“2008/09/26”[PDat]:
“2018/09/23”[PDat]).

A limit to 10-year literature review was set to focus in the
most updated reported experience and matching the currently
available technology and care standards, aiming to reduce
variability, although acknowledging that this would dismiss some
initial reports on the technique under research.

The criteria for entering the analysis of this surgical procedure
using the IDEAL model as an assessment tool were “single
technique on endoscopic HPBD and identifiable case series
or cohorts.”

The PubMed search produced 69 entries (Diagram 1 in
Supplementary Material).

Entries matching the analysis criteria (endoscopic high-
pressure balloon dilatation patient series) were 10 (Annex 1 in
Supplementary Material).

e One report corresponding to Garcia-Aparicio et al. was
studied separately as it contained a comparative analysis with
open ureteric reimplantation, and cohort data was included in
a further publication from the same author (12).

e Seven cohorts from “High-Pressure Balloon Dilatation” HPBD
were included for the analysis using the IDEAL framework and
an analysis of the clinical outcomes.

e Two reports from Torino et al. and Garcia-Aparicio et al. were
excluded from the analysis as the same cohort of patients were
included in later publications included in the analysis (13, 14).

Other series or patient cohort identified were:

e Non-endoscopic series: 13 (Annex2 in Supplementary
Material)
e Endoscopic series: 6 (Annex 3 in Supplementary Material).

The reported experience in the papers included for the study were
analyzed according to IDEAL framework to determine:

o Stage of the technique and its development
e Quality according to recommended criteria for designing and
reporting studies of “surgical interventions”

The clinical data identifiable was also recorded and analyzed.
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Stage 1, or Idea, represents “proof of concept” and usually
describes first use of a technique or procedure in a human,
prompted by the need of a solution for a clinical problem or
challenging situation (7).

The development stage (2a) describes the technical refinement
of a procedure through iterative modification and evaluation of
short-term outcomes. The aim during this stage is to prove the
stability of the technique and describe the safety, the technique,
and both the technical and procedural success (8).

The exploration stage (2b) reports details of procedural quality
and focuses on learning curves and compares the technique
outcomes with the current gold standard (10). The aim would
be to describe patient selection, indications, and results for the
degree of success.

Usually, there would be uncontrolled cohort studies, from
unconnected centers. In some occasions, there are publications
from collaborating groups, registries, or collaborative audits.

Innovations that have reached stage 2b (exploration) usually
have reports published from several unconnected centers. Most
of these studies will be uncontrolled cohort studies, but there
may also be reports from collaborative audits, registries, and
other cooperative groups. Usually, numbers are more extensive
than in stage 2a, typically including some reports with over 100
patients (10). However, this would be very unusual in the case of
pediatric surgical specialities, as the caseload is usually very small
compared to adult specialities, and there is a wide variety of the
cases (15).

Stage 3 aims to compare against current accepted best practice
or become a replacement to current techniques (7). Reports in
this stage would characteristically show high-quality randomized
control trial (RCT) or other valid experimental comparison of the
intervention compared with the current treatment (11).

In stage 4 reflects long term monitoring and is demonstrated
by prospective registries that should analyze both indications and
outcomes (10).

Papers were also analyzed according to the recommended
criteria for designing or reporting studies according to
IDEAL (11):

e Transparency and completeness, reporting as “fully as
possible” patient selection or exclusion criteria and follow
up losses.

e Protocol and study registration, in this particular case focussed
on the type of study, prospective/retrospective.

e Standardization of  participants, confounders
outcomes reporting.

and

Seven identifiable cohorts were found and systematically
analyzed using IDEAL proposed framework to identify the stage
of the development of the technique and assess its quality
and validity according to the key elements for each stage
(Table 1) (11).

RESULTS

The analysis of the results of the systematic assessment of the
reported cohort of patients treated with HPBD for POM that the
technique up to date is in stage 2a and stage 2b.

As described by Pennel et al. “differentiating stage 2a from
2b may be difficult from publications (11).” Moreover, I think
this particularly applies to the techniques reviewed in this
analysis, and this is also associated with the small size of the
available cohorts.

The characteristics of the seven cohorts analyzed are in
general, thoroughly reported but case selection and eligibility
for “interventional treatment for POM” is not as systematic as
recommended, except for the experience by Casal Beloy et al. (5).

Clinical outcomes and follow up are well-described in the
seven reported cohorts, and they are consistent with the
recommended criteria for retrospective observational studied
proposed by the Template for Intervention Description and
Replication (TIDieR) checklist (16).

Studies, although approved by local ethical committee’s do
not have a protocol registration before initiating enrolment
with the associated risk of bias caused insufficient reporting of
negative outcomes.

The reported cohorts are all analyzed retrospectively as well,
that possess clinical findings under the threat of missing or
inadequate data.

Data from adverse outcomes and complications are reported
in all series analyzed, but systematization in reporting them using
Clavien-Dindo classification is scarce (17).

Technical variations are well-illustrated, in line with the
thorough description of the techniques and equipment and
fungible used. Indication for these variations such as the use of
a cutting balloon “second look or vesicoureteric junction (VU])
assessment” (6) or exclusion criteria for HPBD are reported and
explained in all of them (5, 18, 19).

Only one report (6) reflects the effect of the “learning curve”
on the technical and clinical outcomes of HPBD in POM,
and the rationale for variation in the technique based on this
“learning curve.”

In the study by Garcia-Aparicio et al. a comparative analysis of
outcomes between ureteric reimplantation and HPBD for POM
is done (12). This would represent a Stage 3 of the IDEAL
framework, although it is also a retrospective study and lacks
randomization and the number of cases analyzed is small.

Clinical outcomes of the seven identifiable cohorts were also
analyzed for clinical results, and quality of data and results are
shown in Table 2.

The analysis of the reported clinical outcomes in this seven
cohorts shows a success rate of HPBD of the vesicoureteral
junction for POM of 87.7% for a follow-up period ranging from
2 months to 13.3 years. Complication rate reported was 3.5%.

From the comparative analysis of HPBD with open ureteric
reimplantation (12), there were no significant differences
in success rate or secondary vesicoureteral reflux requiring
surgical repair.

The available literature analyzed in this study also shows that
there is a small number of published works on surgical treatment
for primary obstructive megaureter, only 29 papers in the last 10
years. Among them, there is not a single experience on what is
believed to be the “state of the art” surgical approach for POM,
open ureteric reimplantation with or without ureteric tapering,
which may limit the available data for comparative analyzes, as
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this may mean that this is not as routinely performed or simply
not reported anymore.

DISCUSSION

The role of endoscopic techniques in the management
of children with POM that require surgical intervention
remains controversial and clinical research about this
topic has attracted criticism and reluctance. This has also
been the case for HPBD of the vesicoureteral junction
for POM.

The desirable, high-quality randomized trials to provide solid
enough evidence on HPBD for POM may be an unrealistic
expectation, as it is on many occasions in surgery. There are
limitations in study design based in patient variability, clinician,
and setting variability among other factors that may make
it impossible.

Concern about the adoption of this or any other surgical
innovation without adequate supporting evidence of efficacy and
safety is always the case and affects research adversely. These
phenomena may lead to slow adoption of innovations or rather
the contrary, permit widespread adoption of procedures that
offer no benefit, or cause harm.

Assessment of the quality of evidence is imperative, especially
in areas that affect clinical decision making in pediatrics.

The Idea, Development, Exploration, Assessment, and Long-
term Follow-up (IDEAL) Framework and Recommendations
have been reported as an excellent tool to evaluate data or
evidence quality in surgical research.

This study of the recently reported experience on HPBD for
POM using IDEAL as a tool to assess evidence quality shows,
that researchers have communicated their outcomes thoroughly.
However, analyzed publications lack of a systematic outcome
reporting that would definitely enhance the clinical decision-
making process, and better clarify the role of HPBD in the
management of POM.

Future research would benefit from reporting according to a
standard set of measures for indication for surgery as retrovesical
ureteral diameter, renal pelvis anteroposterior diameter,
renogram parameters, and symptoms (21). Systematic outcome
reporting of radiological and clinical outcomes, including
postoperative clinical, radiological assessment, renographic
parameters, and a definition of successful outcomes would also
improve comparative analysis (2).

This IDEAL assessment may be the basis for future research in
defining the “core outcome sets” for the interventional treatment
of POM as recommended by the Core Outcome Measures in
Effectiveness Trials Initiative.

Clinical outcomes are thoroughly reported as well as
follow up, but other potential outcomes that may have a
significant impact on the role of HPBD for POM are not
even considered. Potential research outcomes such us cost-
efficiency, patient/family experience or values are not analyzed,
and therefore this missing information may have a substantial
role in defining the appropriate comparative study among
surgical interventions for POM.

The assessment shows that protocol registration and
prospective data collection is required, not only for HPBD but
for all other surgical interventions in POM.

An analysis of the non-HPBD series within the 10 year’s study
period demonstrates that data reporting quality is as limited
or even more. Studying other historical series (1) that have
been the foundations of the repeated recognition of ureteric
reimplantation as “gold standard” for surgical management, they
show poorer quality data than the analyzed HPBD series.

Although systematic reviews are a source of evidence,
inadequate methodology assessing surgical interventions may
lead to mistaken conclusions. This issue can be particularly
crucial in POM because caseload is small and the temptation to
analyze all the endoscopic techniques without an adequate tool
may lead to erroneous conclusions (22).

Future research on HPBD for POM should be aimed to
reach Stage 3 and gain consensus about systematization of
technical details as much as appropriate indications and outcome
measures. It will also require prospective data collection, both of
patient-related clinical information and technology related data,
other clinical outcomes (pain, time to recovery), patient/family
experience, cost-efficiency.

Technical modifications proposed by authors should also
undertake systematic assessment, such as better exclusion criteria
(5-18) (diameter, not finding a stenotic segment), no JJ stent as
morbidity associated with it is substantial.

The analysis using IDEAL as an assessment tool of this
reported experience of the HPBD for POM in children
demonstrates that the technique is stable, data quality is adequate.

The completion of this stage would be the basis for a
more definitive study comparing the new procedure with other
surgical approaches.

Clinical outcomes of HPBD in the management of POM
consistently show a success rate >87% with a negligible operative
complication rate once “learning curve” has been surpassed.

Symptomatic vesicoureteral reflux is the main reason for
ureteric reimplantation, but asymptomatic VUR does not seem
to influence clinical outcome.

Comparative analysis with classical approaches or other
endoscopic or minimally invasive techniques requires a
consensus on the set of outcomes and an improvement in
research quality.

The IDEAL framework and recommendations are excellent
tools in designing future research that would assist clinicians now
and in the future to improve patient management.

AUTHOR CONTRIBUTIONS

The author confirms being the sole contributor of this work and
has approved it for publication.

SUPPLEMENTARY MATERIAL

The Supplementary Material for this article can be found
online at: https://www.frontiersin.org/articles/10.3389/fsurg.
2019.00020/full#supplementary-material

Frontiers in Surgery | www.frontiersin.org

April 2019 | Volume 6 | Article 20


https://www.frontiersin.org/articles/10.3389/fsurg.2019.00020/full#supplementary-material
https://www.frontiersin.org/journals/surgery
https://www.frontiersin.org
https://www.frontiersin.org/journals/surgery#articles

Romero

Endoscopic High-Pressure Balloon Dilatation for POM

REFERENCES

10.

11.

12.

13.

. Perdzynski W,

. McCulloch P, Altman DG, Campbell

Kalicinski ~ ZH.  Long-term  results  after
megaureter folding in children. ] Pediatr Surg. (1996) 31:1211-7.
doi: 10.1016/50022-3468(96)90234-1

. Ergina PL, Cook JA, Blazeby JM, Boutron I, Clavien P-A, Reeves BC, et al.

Challenges in evaluating surgical innovation. Lancet. (2009) 374:1097-104.
doi: 10.1016/50140-6736(09)61086-2

. Frader JE, Flanagan-Klygis E. Innovation and research in pediatric surgery.

Semin Pediatr Surg. (2001) 10:198-203. doi: 10.1053/spsu.2001.26841

. Angulo JM, Arteaga R, Alarcon JR, Calvo MJ. Role of retrograde endoscopic

dilatation with balloon and derivation using double pig-tail catheter as an
initial treatment for vesico-ureteral junction stenosis in children. Cir Pediatr.
(1998) 11:15-8.

. Casal Beloy I, Somoza Argibay I, Garcia Gonzalez M, Garcia Novoa MA,

Miguez Fortes LM, Dargallo carbonell T. Endoscopic balloon dilatation in
primary obstructive megaureter: long-term results. | Pediatr Urol. (2018)
14:167.e1-167.e5. doi: 10.1016/j.jpurol.2017.10.016

. Romero RM, Angulo JM, Parente A, Rivas S, Tarda AR. Primary obstructive

megaureter : the role of high pressure balloon dilation. J Endourol. (2014)
28:517-23. doi: 10.1089/end.2013.0210

. McCulloch P. [Surgery as a scientific discipline and the IDEAL Collaboration].

Cirug Espaiola. (2014) 92:71-3. doi: 10.1016/j.ciresp.2013.12.002

WB, Flum DR, Glasziou
P, Marshall JC, et al. No surgical innovation without evaluation:
the IDEAL recommendations. Lancet. (2009) 374:1105-12.
doi: 10.1016/S0140-6736(09)61116-8

. Hirst A, Philippou Y, Blazeby ], Campbell B, Campbell M, Feinberg J, et al.

No surgical innovation without evaluation. Ann Surg. (2018) 269:211-20.
doi: 10.1097/SLA.0000000000002794

Pennell CP, Hirst A, Sedrakyan A, McCulloch PG. Adapting the ideal
framework and recommendations for medical device evaluation: a modified
delphi survey. Int ] Surg. (2016) 28:141-8. doi: 10.1016/j.ijsu.2016.
01.082

Pennell CP, Hirst AD, Campbell WB, Sood A, Agha RA, Barkun JS,
et al. Practical guide to the idea, development and exploration stages of
the ideal framework and recommendations. Br ] Surg. (2016) 103:607-15.
doi: 10.1002/bjs.10115

Garcia-Aparicio L, Blazquez-Gémez E, Martin O, Palazén P, Manzanares
A, Garcia-Smith N, et al. Use of high-pressure balloon dilatation of the
ureterovesical junction instead of ureteral reimplantation to treat primary
obstructive megaureter: is it justified? J Pediatr Urol. (2013) 9:1229-33.
doi: 10.1016/j.,jpurol.2013.05.019

Torino G, Collura G, Mele E, Garganese MC, Capozza N. Severe
primary obstructive megaureter in the first year of life: preliminary
experience with endoscopic balloon dilation. J Endourol. (2012) 26:325-9.
doi: 10.1089/end.2011.0399

20.

21.

22.

Garcia-Aparicio L, Rodo J, Krauel L, Palazon P, Martin O, Ribé JM.
High pressure balloon dilation of the ureterovesical junction - first line
approach to treat primary obstructive megaureter? J Urol. (2012) 187:1834-8.
doi: 10.1016/j.juro.2011.12.098
Peters C. Laparoscopy in
innovative  technology.  Bju
doi: 10.1046/j.1464-410x.92.51.4.x
von Elm E, Altman DG, Egger M, Pocock SJ, Gotzsche PC. The strengthening
the reporting of observational studies in epidemiology (STROBE) statement:
guidelines for reporting observational studies. J Clin Epidemiol. (2008)
61:344-9. doi: 10.1136/bmj.39335.541782.AD

Bujons A, Saldafia L, Caffaratti J, Garat JM, Angerri O, Villavicencio H.
Can endoscopic balloon dilation for primary obstructive megaureter be
effective in a long-term follow-up? J Pediatr Urol. (2015) 11:37.e1-37.¢6.
doi: 10.1016/j.jpurol.2014.09.005

paediatric  urology:
Int.  (2003)  92(Suppl.

adoption  of
1):52-7.

. Capozza N, Torino G, Nappo S, Collura G, Mele E. Primary obstructive

megaureter in infants: with  endoscopic  balloon
dilation and cutting balloon ureterotomy. ] Endourol. (2015) 29:1-5.
doi: 10.1089/end.2013.0665

our experience

. Christman MS, Kasturi S, Lambert SM, Kovell RC, Casale P. Endoscopic

management and the role of double stenting for primary obstructive
megaureters. ] Urol. (2012) 187:1018-22. doi: 10.1016/j.juro.2011.10.168
Kassite I, Braika K, Morel B, Villemagne T, Szwarc C, Maakaroun Z,
et al. La morbidité infectieuse post-dilatation endoscopique rétrograde
de la jonction urétérovésicale par sonde a ballonet dans le méga-uretere
obstructif primitif. Prog en Urol. (2017) 27:507-12. doi: 10.1016/j.purol.201
7.07.005

Farrugia MK, Hitchcock R, Radford A, Burki T, Robb A, Murphy F. British
Association of Paediatric Urologists consensus statement on the management
of the primary obstructive megaureter. J Pediatr Urol. (2014) 10:26-33.
doi: 10.1016/j.jpurol.2013.09.018

Doudt AD, Pusateri CR, Christman MS. Endoscopic management of primary
obstructive megaureter: a systematic review. J Endourol. (2018) 32:482-7.
doi: 10.1089/end.2017.0434

Conflict of Interest Statement: The author declares that the research was
conducted in the absence of any commercial or financial relationships that could
be construed as a potential conflict of interest.

The handling Editor declared a past co-authorship with the author.

Copyright © 2019 Romero. This is an open-access article distributed under the terms
of the Creative Commons Attribution License (CC BY). The use, distribution or
reproduction in other forums is permitted, provided the original author(s) and the
copyright owner(s) are credited and that the original publication in this journal
is cited, in accordance with accepted academic practice. No use, distribution or
reproduction is permitted which does not comply with these terms.

Frontiers in Surgery | www.frontiersin.org

April 2019 | Volume 6 | Article 20


https://doi.org/10.1016/S0022-3468(96)90234-1
https://doi.org/10.1016/S0140-6736(09)61086-2
https://doi.org/10.1053/spsu.2001.26841
https://doi.org/10.1016/j.jpurol.2017.10.016
https://doi.org/10.1089/end.2013.0210
https://doi.org/10.1016/j.ciresp.2013.12.002
https://doi.org/10.1016/S0140-6736(09)61116-8
https://doi.org/10.1097/SLA.0000000000002794
https://doi.org/10.1016/j.ijsu.2016.01.082
https://doi.org/10.1002/bjs.10115
https://doi.org/10.1016/j.jpurol.2013.05.019
https://doi.org/10.1089/end.2011.0399
https://doi.org/10.1016/j.juro.2011.12.098
https://doi.org/10.1046/j.1464-410x.92.s1.4.x
https://doi.org/10.1136/bmj.39335.541782.AD
https://doi.org/10.1016/j.jpurol.2014.09.005
https://doi.org/10.1089/end.2013.0665
https://doi.org/10.1016/j.juro.2011.10.168
https://doi.org/10.1016/j.purol.2017.07.005
https://doi.org/10.1016/j.jpurol.2013.09.018
https://doi.org/10.1089/end.2017.0434~
http://creativecommons.org/licenses/by/4.0/
http://creativecommons.org/licenses/by/4.0/
http://creativecommons.org/licenses/by/4.0/
http://creativecommons.org/licenses/by/4.0/
http://creativecommons.org/licenses/by/4.0/
https://www.frontiersin.org/journals/surgery
https://www.frontiersin.org
https://www.frontiersin.org/journals/surgery#articles

	Management of Primary Obstructive Megaureter by Endoscopic High-Pressure Balloon Dilatation. IDEAL Framework Model as a New Tool for Systematic Review
	Introduction
	MaterialS and Methods
	Results
	Discussion
	Author Contributions
	Supplementary Material
	References


