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ABSTRACT 

Variants of exstrophy are rare anomalies seen in the spectrum of 
bladder exstrophy-epispadias complex. A seven day old male 
neonate was admitted in our department with a rare variant of 
duplicate bladder communicating with exstrophy bladder with 
fistula. Patient presented with patch of exstrophic bladder just 
below the low set umbilicus with a normal sized phallus and 
normally positioned urethral meatus. The baby was managed 
successfully with surgery and is under regular follow up. 
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INTRODUCTION 
Bladder exstrophy is a rare malformation occurring 
predominantly in males, with an incidence of 
1:50,000 live births.1 Variants of exstrophy bladder 
constitute only 10% of cases among them. 
Duplicate exstrophy is one of the rarest variants 
within the spectrum of bladder exstrophy. It is 
characterised by the presence of a non-functional 
exstrophic mucosal plate on the abdominal wall, 
with a normal bladder and no exposed ureteric 
orifices.2,3 We report a rare variant of duplicate 
exstrophy with a fistula between the exstrophy 
bladder and normal abdominal bladder in a male 
neonate.        

CASE REPORT 
A seven day old male neonate with birth weight 3 
kg was admitted in our surgical ICU with an 
obvious urogenital abnormality. He was born to 23 
years old mother with full term normal vaginal 
delivery with no significant antenatal and family 
history. On examination, red and moist bladder 
mucosa of about 3 cm in diameter was seen just 
below the umbilicus with separation of rectus 
through which urine was seen to flow. Penile length 
was normal and well formed with orthotopic 
meatus. Child was passing urine normally per 
urethra. Both the testicles were palpable in scrotum 
and there was no other anomaly present. There was 
a mucosal extension along the dorsum of penis 

which appeared to be epispadias urethra of 
exstrophied bladder and mild dorsal chordee was 
present (Figure 1).       

His postnatal ultrasound demonstrated normal 
kidneys, ureters and bladder, beneath exstrophied 
bladder patch. Child was catheterised and 
surprisingly, catheter came out from midline 
through mucosal patch. The plain abdominal 
radiograph film showed a widened symphysis 
pubis. All baseline investigations were normal. 

For management, surgical exploration was done 
under general anaesthesia. A midline orifice from 
where urine leaked was identified and cannulated 
with an infant feeding tube Figure 2. The exstrophy 
bladder mucosa was opened longitudinally tracing 
the fistula tract. Extrophied bladder mucosa excised 
completely and fistulous tract to normal bladder 
excised and ligated. As the separation of recti was 
not wide, the abdominal closure was done tension 
free without the need of osteotomy. Dorsal chordee 
and mucosal extension was left for future 
intervention if needed.       

Postoperatively, catheter was taken out on fifth day. 
Child passed urine normally with a good stream. 
T h e u l t r a s o n o g r a p h y a n d m i c t u r a t i n g 
cystourethrogram at six months of age showed 
normal bladder with normal upper urinary tracts.          

DISCUSSION       
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Figure 1. Epispadias urethra of exstrophied bladder
Figure 2. A midline orifice from where urine leaked 
was identified and cannulated with an infant feeding 

tube
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Exstrophy variants can be categorised as duplicate 
exstrophy, superior vesicle fistula, pseudo 
exstrophy and covered exstrophy. Duplicate 
exstrophy is one of the rarest variants.1 There are 
two different forms of duplication: antero-posterior 
duplication and side by side duplication. The first 
form is suprapubic exstrophic mucosal plate and a 
covered normal bladder lying in the pelvis with 
both ureters opening in it as in our case. The second 
type is associated with classical findings of 
exstrophy complex.3 

Duplicate exstrophy was first described by 
Marshall and Muecke in 1962 as the antero-
posterior variety of duplicate exstrophy, where the 
exstrophied bladder plate is accompanied by a 
normal phallus and an underlying intact bladder.4 
The ureters do not drain into the exstrophied 
bladder. Superior vesicle fistula consists a small 
communication between the normal bladder and 
exstrophied bladder as seen in our case.5,6 Our case 
seems even rarer variant as it has combination of  
both duplicate bladder exstrophy and superior 
vesical fistula. 

Similar case was reported by Tomita et al where the 
exstrophy variant was the hybrid of duplicate 
bladder exstrophy and superior vesical fistula. They 
operated it as classical bladder exstrophy and 

performed bilateral posterior iliac osteotomies 
which we didn’t do in ours.7 We just did simple 
excision and closure of abdominal wall defect with 
good post-operative result. Bouali et al. have 
reported duplicate exstrophy in a female newborn 
who was managed by simple excision of the 
exstrophy bladder without osteotomy like ours.8 

Exstrophy variants may be associated with other 
congenital anomalies like esophageal atresia, 
anorectal malformation, umbilical hernia, urethral 
atresia, spinal dysraphism etc.9 However, we could 
not find any such associated anomalies in our case.    

CONCLUSIONS 
Exstrophy variants are extremely rare and thus full 
pre-operative evaluation is important because 
treatment and prognosis are entirely different from 
classical exstrophy. The variant which we described 
was managed with simple excision of extrophied 
bladder without osteotomies with good functional 
and cosmetic result. This case report adds a case 
further to the scarce literature for rare variants of 
bladder exstrophy. 
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