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CASE REPORT
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Abstract
Urethrocutaneous fistulas are complications that usually seen after hypospadias repair.
Spontaneous urethrocutaneous fistulas are extremely rare disorders unless related to the

surgery of hypospadias. These fistulas are not associated with hypospadias repair, infection
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and trauma. While there are few cases reported in adults, there are no cases reported in
children. Urethrocutaneous fistulas may rarely be encountered post-trauma, infection or due
to weakness of spongious tissue of penis as well as.

Children with spastic cerebral palsy often face various problems due to prolonged
E-mail: dr.sinankilic@yahoo.com

hospitalizations. Pressure ulcers are among the most common of these issues. Urinary
catheterization is frequently performed in these patients for urine monitoring. A 6-year-old
male patient with cerebral palsy developed a urethrocutaneous fistula while being monitored

in the pediatric intensive care unit. Pre-existing unnoticed partial prepuce and weakness

LI in the corpus spongiosum were present in the patient. We suspect that the development
S.K. 0000-0003-3454-5538 £ th h fstula i buted f hral h L d th
SV, 0000-0002-1086-6380 of the urethrocutaneous fistula is attributed to frequent urethral catheterization and the
development of decubitus ulcer in the penile region. Since a similar case is not found in the
pediatric literature, our aim is to present this case for reference.
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INTRODUCTION and are generally associated with anorectal malformations.

Urethrocutaneous fistulas are an undesirable opening in
the penile skin through which urine can leak. The condition
may be congenital or develop asa complication ofaninfection,
injury, or surgery. Urethrocutaneous fistulas are rare but
recognised disorders. There is currently no universally
accepted classification for these disorders. Urethral fistulas
can be classified into two forms: congenital and acquired (1).
Congenital urethral fistulas are rarely reported anomalies

They occur due to two main causes: either a rupture in the
embryonic urethra located after a congenital blockage or a
partial insult in the embryonic development, resulting in
the failure of the mesoderm to surround the forming groove
where the fistula devolops (1, 2).

Acquired urethral fistulas are generally reported to
result from various clinical conditions such as neoplasms,
trauma, or infection-related complications (3). Straddle
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injury and blunt penile trauma are the most commonly
recognized forms of urethral trauma leading to urethral
fistulas (3). Complications after some types of penile
surgery such as circumcision and corporal-spongial and
corporal-saphenous shunts for priapism, may also include
urethral fistulas (4). Additionally, urethrocutaneous fistulas
are one of the most frequently observed complications of
hypospadias surgery, often necessitating repeated surgical
interventions. Urethrocutaneous fistulas have been reported
to be observed in 7,5% of cases after complex hypospadias
repair (5,6). Cerebral palsy (CP) is a neurological condition
affecting brain development and leading to abnormalities
in muscle tone, movement, and motor skills. Its treatment
requires a comprehensive approach, including neurological
rehabilitation to address issues with muscle tone and the
implementation of physical and occupational therapies.
Managing associated conditions such as epilepsy, cognitive
impairment, visual and hearing impairments, and
disruptions in growth and gastrointestinal function is also
integral to treatment process (7).

It is known that children who require frequent
hospitalizations often experience problems associated with
prolonged immobility in the same posture and frequent
infections.

We present this case due to its rarity as a complication
and the absence of reported cases of spontaneous

urethrocutaneous fistula in children.

CASE REPORT

A 6-year-old male patient was diagnosed with
microcephaly and CP shortly after birth. He underwent
surgery for a cleft palate. Due to the prolonged hospitalization,
a tracheostomy was initially performed, and percutaneous
endoscopic gastrostomy (PEG) tube was inserted for
nutritional purposes.

Like many children with cerebral palsy, this patient
continues his life with a home ventilator and requires
periodic monitoring in the intensive care unit due to episodes
of pneumonia. During his hospitalization in intensive care
unit due to respiratory distress and pneumonia, urine output
monitoring was conducted using a urethral catheter. As a
result of the urine output monitoring, a spontaneous fistula
developed in the penoscrotal region (Figure 1). No bacterial
infection was demonstrated in the urinary analysis. The
patient underwent surgery for fistula repair and also because
of the possibility of infection. A cystofix catheter was inserted
to ensure urinary drainage until the fistula healed (Figure 2).
The operation involved cutting the ventral penile skin. It was

observed that the penile urethra was completely destroyed up
to the penoscrotal region (Figure 3). A new urethral orifice
was created in the penoscrotal area (Figure 4). Debridement
was performed on infected tissues. Subsequently, the plan
was to perform a vesicostomy or Mitrofanoff procedure, but
due to the family’s refusal, the patient’s condition continued
to be monitored in its current state.

Figure 2. At the beginning of the operation, a cystofix catheter

was inserted under ultrasound guidance.
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Figure 3. Corpus spongiosum was hipoplazic and the distal
urethra was completely destroyed.

Figure 4. After the repair of fistula and new urethra.
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DISCUSSION

Undoubtedly, the occurrence of the spontaneous ventral
urethral fistula can be attributed to the underdevelopment
of the corpus spongiosum during fetal development. Hence,
to investigate the origin of this spontaneous ventral urethral
fistula, we needed to delve into the mechanisms underlying
the congenital hypoplasia of the corpus spongiosum. The
causes of fetal anomalies can generally be categorized into
genetic and environmental factors. In this particular case,
it appears that environmental factors played a significant
role in the pathogenesis of the patient’s congenital deformity.
Considering the potential risk factors during pregnancy
and the presence of congenital hypoplasia of the corpus
spongiosum at birth (8,9).

Children with cerebral palsy frequently experience
pneumonia. Due to pneumonia or other respiratory failure,
these patients require intensive care and have prolonged
hospital stays. Without adequate and regular changes in
posture, pressure ulcers can develop. While pressure ulcers
commonly occur on the back and extremities, they can also
appear in atypical areas such as the penis (10). Although we
cannot definitively determine the exact cause in this patient,
we suspect that it is a complication related to a pressure
sore or an infection. It is likely that underlying hypoplasia
of the corpus spongiosum, which is congenital in nature,
contributed to its occurrence. Urethral fistulas often occur
as a result of straddle injuries and blunt penile trauma.
Additionally, certain penile surgeries like circumcision, as
well as corporal-spongial and corporal-saphenous shunts
for priapism, can lead to complications including urethral
fistulas. It is worth noting that retracting a urethral catheter
with a balloon can potentially result in the inadvertent
cutting of the urethra resulting in multiple parts.

Spontan or non-congenital urethrocutaneous fistula is
extremely rare and no cases have been reported in children
This anomaly was previously reported in only two cases in
adults (11). One report was about a severely infected young
man due to poorly controlled diabetes and the second report
concerned a healthy man with unknown etiology (12). It
seems plausible to conclude that the patient was born with
congenital defect of hypoplasia of corpus spongiosum. The
authors should more clearly state that although the cause
of this anomaly is not definitively known, there are several
theories which have been proposed.

This patient likely had a partial preputium, and there
was also weakness in the associated corpus spongiosum.
We believe that the development of a decubitus ulcer,
following frequent catheterization and immobility due to
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spastic cerebral palsy, led to the subsequent development of a
urethrocutaneous fistula.
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