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Isolated Congenital Megacystis with Sponta-
neous Resolution: An Exceedingly Rare Entity
Farshid Alizadeh
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INTRODUCTION

Megacystisisarareconditionininfants,whichisusuallyassociatedwithrefluxing
megaureters,prune-bellysyndrome(PBS),infravesicalobstructionorpresents
as themegacystismicrocolon intestinal hypoperistalsis syndrome (MMIHS).

Rarereven,isisolatedcongenitalmegacystis(ICM).Theetiologyofthisentityisunknown.
Myentericplexuspathology(1)andamildformofMMIHS(2)havebeenproposedasplausible
pathologies.Hereweaddanothercasethatresolvedspontaneously.

CASE REPORT
Afull-term4-day-oldneonateboywasreferredtoourcenterbecauseofdelayedandinfre-
quentvoiding.Hisfetalultrasoundhadshownadistended,thinwalledbladderwithouthyd-
roureteronephrosis(HUN)andoligohydramniosatweek32.Hepassedmeconiumsoonafter
birth,howeverdidnotvoidduring thefirst24hours.After thisperiod,voidingstartedbut
infrequently(threetofourtimesaday).Ultrasoundstudyofabdomenshowedahugebladder
with160mLofvolume.NoHUNorincreasedbladderwallthicknesswasobserved.Serum
creatininewasinthenormalrangethroughoutthefollow-up.Urineculturewasnegativeand
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thepatientdidnotdevelopurinarytractinfection(UTI)dur-
ingthefollow-upperiod.Physicalexaminationshowedno
abnormality in thegenital, rectal and sacral areas.Neuro-
logicalexaminationwasalsonormal.
Becauseofthelackofanysignsofbowelobstruction,the
pediatricgastroenterologistdidnotrequestbariumenemaor
rectalbiopsy.Duringperformingthevoidingcystourethrog-
raphy(VCUG),thebabydidnotvoiduptothevolumeof
150mLandthecystogramshowedahugebladderwithout
trabeculationorreflux(Figure).Theradiologiststoppedthe
testatthisvolumebecauseofconcernregardingiatrogenic
bladderrupture.Therefore,therewasnourethrogramforthe
evaluationoftheurethra.
SincethebladderwallwassmoothandnoHUNwaspresent,
wedecidednottoperformcystoscopy.Instead,weadvised
theparent tostartclean intermittentcatheterization(CIC).
Theywerereluctanttoacceptthissuggestion.Therefore,we
advisedthemtocomeforfrequentfollow-upwhileonan-
tibiotic prophylaxis. Serial ultrasound showedprogressive
shrinkageofthebladder,reducingto80mLattheageofsix
months.Bowelhabitwasstillnormal.

DISCUSSION
ReportedcasesofICMareveryfewwithdifferentclinical
courseandmanagementstrategies.
Inamdarandcolleaguesreportedacaseof“vesicalgigan-

tism”thatwasinitiallymanagedbybladdercatheterization,
then cutaneous vesicostomy because of recurrent bladder
distention, and later, by reduction cystoplasty due to high 
post-voidingresidualurine.(3)Theybelievedthatthisentity
may“resultsfromanexpansionoftheportionoftheurinary
bladderthatdevelopsfromtheallantois”.
Shsimizu and colleagues reported another case that was
managedexpectantlyuptotheageoffouryears,however,
thechilddevelopedUTIatthatage.Ahypocontractiledetru-
sorandincreasedcomplianceweretheurodynamicfindings.
Rectalbiopsyrevealedhypoganglionosisofthesubmucous
andmyentericplexuseswithoutthinningofthelongitudinal
muscleandconnective tissueproliferation.Theymanaged
thepatientbyCICandproposedthatshemighthaveamild
formofchronicintestinalpseudoobstructionsyndrome.
Recently another case report appeared in the literature, pre-
sentingacaseofICMthatresolvedbytheageofoneyear
andremainedasymptomaticafterwardswithoutany thera-
peuticintervention.(4)

SinceICMisaveryrareentity,whenababyisbornwith
megacystis, other more prevalent pathologies should be
ruledoutfirst.PBSisdiagnosedbytheclassicpresentation
of abdominalmusculature defect and undescended testes.
InfravesicalobstructioncouldbediagnosedbyaVCUG.A
completeneurologicalandgastrointestinalevaluationisalso
mandatory to look for any signs of intestinal obstruction.
Urodynamicstudycoulddemonstratedetrusorhypocontrac-
tility,ifpresent.Ifthereisnootheranomaly,thediagnosis
ofICMissuggested.Managementofthesepatientsshould
beindividualizedbasedonthepresenceofurinaryretention,
highpost-voidingresidualurineandUTI.
CIC, vesicostomy and observation with administration of
antibioticprophylaxisareallviableoptions.Regardlessof
thechosentherapeuticoption,long-termfollow-upisman-
datory,becausetheclinicalcourseofthisentityisnotfully
understood.

CONCLUSION
Theclinicalcourseinthiscasehighlightthefactthatnotall
casesofICMneedextensivework-upandwhentheclini-
calsetting justifies,cystoscopy,urodynamicsandrepeated
VCUGscouldbeavoided.

Figure .Voiding cystourethrography demonstrates a huge blad-
der without trabeculation or reflux.
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