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Abstract

Background: Diphallus is a rare anomaly and accompanying anomalies vary from bifid
scrotum, bladder exstrophy, imperforate anus and colo-rectal anomaly such as duplication, and
other associated anomalies.

Case Presentation: A 2-day old infant is reported with imperforate anus and complete
duplication of recto-sigmoid colon, rectal pouch, doubling of the genitalia with completely
formed penis (diphallus), double bladder, urethra and hypospadias. No family history of
abnormalities was noted. The patient underwent several operations: laparatory and colostomy
at 3rd day of life, and after clinical and paraclinical investigations, cystoplasty, ureteral
reimplantation and resection of left phallus were carried out when 4 months old. At the age of 1
year, after colostogram and total colon evaluation, laparatomy, resection of duplicated recto-
sigmoid colon, and pull-through was carried out; 3 months later colostomy closure was
performed and the patient discharged without complications.

Conclusion: The patients with diphallus have to be examined carefully because of the high
incidence of other systemic anomalies. Treatment of diphallus usually includes excision of the
duplicated penile structure, its urethra, and repair of associated anomalies.
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Introduction rare, accounting for only 1% to 8% of

duplications. The etiology is due to an alteration
Duplications of the digestive tract are  during embryonic development, but is still not
uncommon [2l. Rectal duplication is extremely  completely understood 341,
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Diphallus or duplication of the penis is a rare
anomaly that occurs once in every 5 million live
births(®l. The extent of diphallus and the number
of accompanying anomalies vary from bifid
scrotum, bladder exstrophy and imperforate
anus. We herein duscuss a 2-day old male
newborn with imperforate anus, complete
duplication of colon, rectal pouch, diphallus and
double bladder and urethra.

Case Presentation

A 2-day old male newborn was referred to us
because of distended abdomen, abnormal
genitalia and imperforate anus. He was the first
child of family after 10 years marriage. The
antenatal  history was uneventful, and
investigations were negative for other associated
anomalies postnatally. The birth history was
normal. The parents were relatives. Examination
of genitalia revealed a well formed double penis
with normally located and functioning urethra,
left penis had proximal hypospadias.

There were normal penile shaft and bifid
scrotum with each compartment containing a
testicle (Fig. 1). Perineal examination showed
imperforate anus. The values of blood analysis
were within normal ranges. Abdominal
sonography showed distended bowel loops and
bilateral normal kidneys. The day after
admission he underwent laparatomy and
colostomy, the colon was disten-ded and
duplicated (Fig. 2).
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2 months later, we performed an intravenous
pyelography which showed normal kidneys and
ureters. Voiding-cystourethrography revealed
double bladder and urethra, but no vesicourethal
reflux.

At 4 months of age surgical exploration of
genitourinary tract showed abnormal position of
bladder and urethra (Fig. 3). We performed
cystoplasty, and reimplantation of left ureter in a
single bladder (Fig. 4). Left side urethra with
hypospadias was resected and bifid scrotum
repaired. Post-operative days passed without
complication so that the patient could be
discharged 2 weeks later.

At the age of one year, after colostogram and
total colon evaluation, laparatomy, resection of
duplicated recto-sigmoid colon and pull-through,
and 3 months later colostomy closure was
carried out. He was under observation until the
age of 4 years when his parents decided to leave
Iran due to family problems.

Discussion

Duplication of the digestive tract is uncommon
[12], and they may be associated with different
congenital anomalies such as anorectal
malformation and lower  genitourinary
abnormalities(®l. The most common type of
colorectal duplication is the cystic form, which
localizes in the retrorectal areal”8! and may
therefore be confused with teratoma, dermoid
cyst and anterior meningocelel®1%. In the

Fig. 1: Diphallus and bifid scrotum

Fig. 2: Distended and duplicated colon
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Fig. 3: Abnormalities of bladder and urethra

present case, colon duplication was of tubular
form. The etiology is due to an alternation during
embryonic development, but is still not
completely understood [4. The surgical
treatment of midgut duplication is mandatory [°].
Azmy has reported complete duplication of the
hindgut which had two anal openings and a
lower urinary tract with diphallusf11l.

In this case, there were complete duplication
of recto-sigmoid colon, imperforate anus,
doubling of bladder and urethra (diphallus), and
bifid scrotum. Diphallus is a rare congenital
anomaly occurring once in 5 million live births.
The first case was reported in 1609012l
Schneider classified diphallus in three groups;
diphallus of glans alone, bifid diphallus, and
complete diphallus. Vilanova and Raventos have
added a fourth category pseudodiphallusf1213],
The urethra shows a range of variations, ranging
from functioning double urethras to complete
absence of urethra in each penis [14].

The majority has a single corpus cavernosum
in each phallus [*Z. The meatus may be normal,
epispadic, or hypospadiac, and the scrotum may
be normal or bifid [151. Associated congenital
anomalies are present in the majority of the
cases [11,12,14],

This reported case had imperforate anus,
complete recto-sigmoid duplication (tubular
type), doubling bladder, functioning double
urethras, hypospadias in left side urethra,
complete diphallus, and bifid scrotum. In this
presented case we had different types of distal

Fig. 4: Double bladder and urethra before
reconstruction

urinary tract anomalies, also complete
duplication of recto-sigmoid colon which is rare
in literature. Treatment of diphallus usually
includes excision of the duplicated penile
structure and its urethra [1216], Therefore; all the
patients with diphallus have to be examined
carefully because of the high incidence of other
systemic anomalies.

Conclusion

The patients with diphallus have to be examined
carefully because of the high incidence of other
systemic anomalies.
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