Case report

Surgical Resection and Repair of Prolapse of the urethral mucosa in a Pubertal Girl: A
Case Report.

Abstracts

Background: Urethral mucosa prolapse, though a rare condition seen in pubertal/adolescence girls,
diagnosis should be considered in cases of unexplained vaginal bleeding in this age group. This condition
is most commonly observed in prepubertal black girls and postmenopausal white women however, it
can be seen in pubertal and adolescence girls. The majority of cases (80%).are in the paediatric age
group (between the ages of 6 months and 8 years) and the incidence in this age group-is 1:3000. This
case report presents a 12-year-old pubertal girl from Makurdi, Benue State, Nigeria, who presented with
genital swelling and vaginal bleeding associated with pain. Due to the severity of her symptoms, surgical
resection and repair (meatoplasty) were performed.

Case Presentation: The patient presented with genital swelling; vaginal bleeding, and pain. A genital
examination revealed moderate vaginal bleeding and a dark red, oedematous mass with a central dimple
prolapsing through the external urethral meatus. The diagnosis was confirmed by passing a pediatric
nasogastric tube through the dimple, draining clear urine. She underwent a urethral meatoplasty and had
an uneventful recovery.

Conclusion: Although urethral mucosa prolapse is rare in‘pubertal/adolescent girls, it is important for
clinicians to consider this diagnosis in cases of unexplained.vaginal bleeding. Surgical resection provides
a definitive and cost-effective treatment, with excellent outcomes as demonstrated in this case.
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Introduction
The Urethral mucosal Prolapse, was first reported in 1732 by Solingerl's. It is described as a rare

condition characterized ‘by the circular protrusion of the distal urethral mucosa through the external
urethral meatus. It commonly forms a hemorrhagic,doughnut-like shaped vulvar mass separated from the
vagina,, which easily bleeds. This condition is most commonly observed in prepubertal black girls and
postmenopausal-white women however, it can be seen in pubertal and adolescence girlsl's. The majority
of cases (80%) are in the paediatric age group and the incidence in this age group is about 1:3000°.
Although urethral mucosa prolapse is rare in pubertal/adolescence girls, diagnosis should be considered
in cases of unexplained vaginal bleeding in this age group. Hence, need for clinicians to make
appropriate diagnosis and offer a definitive management including surgical resection which is cost-
effective.

Presentation of Case
Miss M.A was a 12-year-old girl. She presented at the Emergency Paediatric Unit of the Benue State

University Teaching Hospital, Makurdi on 14/07/2021 with history of genital swelling around the urethral



opening of five days duration. She first noticed it when bathing and reported to her mother a day before
presentation at the facility. The swelling was small but progressively increased in size. The mother asked
her to apply petroleum jelly to help reduce the discomfort. A day prior to presentation, the bleeding
increased in quantity and the episodes of bleeding became more frequent. She was feeling burning
sensation in the genital region and pain. She also had 2 episodes of vaginal bleeding on the morning of
presentation. The bleeding was slightly more than the previous episodes. She also had history of difficult
and painful micturition. There was no urinary frequency. History was not suggestive of any sexual abuse,
genital trauma or fever. She had no history of previous or recent female genital mutilation. The patient
was referred to the Gynaecological Emergency Unit of the same facility with provisional diagnosis of

suspected sexual assault to keep in view urinary tract infection.

She was the second child out of 4 children of her mother in a polygamous family. The elder sister did not
have a similar complaint. There was no family history of bleeding diserder. She was a Primary 5pupil. She

was not on routine medication for any condition. There was no history suggestive of drug allergy.

She was of normal body built but anxious. Other general examination findings were normal. She weighed
34kg and her height was 1.30m giving her a body mass index (BMI) of 20.12kg/m°. The systemic
examination findings were essentially normal. Examination of the;external genitalia revealed moderate
bleeding from the mass on contact. Gentle separation of the labia (figure 1) revealed a 2cm by 2cm
circumferential reddish mass protruding around the external urethral meatus (“doughnut shaped” mass)
and it bleeds on contact. The urethral opening was visible at the center of the mass. An infant feeding
tube was passed through the center of the mass and it drained clear urine. The hymen was intact. There

was no abnormal vaginal discharge or any other lesion noted.

An assessment of urethral mucosal:prolapse in a pubertal girl was made. Her parents were counseled on
the need for surgery and.infermed written consent was obtained. Results of investigations were normal.
The surgery was planned for the.next morning. This was done under general anaesthesia using the
modified Kelly-Burnham procedure. The bladder was emptied of clear urine with a size 10 Foley’s urethral
catheter and retained.

The assistant surgeon retracted the labia majora with the fingers to expose the external urethral meatus.
With this, the prolapsed mucosa was mobilized from the urethral lumen. Four stay and temporary holding
sutures using vicryl number 3/0 suture were placed in each quadrant of the transaction line at 12, 3, 6 and
9 o’clock positions of the prolapsed urethral mucosa. In each quadrant, the mucosa was then carefully
resected with scalpel blade. The excision of the prolapsed mucosa was started with the quadrant
between stay stitches at 12 o’clock and 3 o’clock positions. It was held with a Mosquito’s artery forceps; a
gentle outward traction was applied and the urethral catheter was retracted to the opposite side by the
assistant. A vertical incision was made just before the stay stitch at 12 o’clock position through the full

thickness of the prolapsed mucosa to the level of the normal urethral mucosa. The similar incision was



made just before the stay stitch at 3 o’clock position. The flap thus formed between the stay stitches at 12
o'clock and 3 o’clock positions was transected at the level between the normal urethral mucosa and
prolapsed mucosa transversely. Care was taken to avoid cutting through the urethral catheter that was
insitu. The normal urethral mucosa in this quadrant was sutured to the periurethral mucosa with two
interrupted stitches using vicryl No. 3/0. The mirror procedure was performed on the quadrant between 3
o'clock and 6 o'clock positions. The prolapsed mucosa together with the stay stitch at 3 o’clock position
was excised. Similarly, the normal urethral mucosa in this quadrant was sutured to the periurethral
mucosa with two interrupted stitches. The mirror procedure was repeated on the ramainin | quadrants.

The surgical area was observed for any evidence of bleeding and the urethral catl;;/eter\,/ in situ for

continuous urinary drainage for 72 hours.

\, th\f%(l catheter was removed.
She was observed for a day without catheter and was abl;;/& voi . freely. The mother was counselled
regarding prognosis and the need for regular follow up. Shé\‘ as sub uently discharged home on the
fifth day postoperatively. She had regular follow up\@hlstolt$ /\r/e\ \ghowed features consistent with

urethra mucosa. There was no recurrence of the ureth
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years of follow up. %
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Figure 1: Showed a circumferential dark reddish mass protruding around the external urethral meatus

(“doughnut shaped” mass)

Figure 2: During:surgical resection and repair

Discussian

“Urethral:mucosal prolapse is a benign condition characterized by an eversion of the urethral mucosa, in
form of a pink or purple, hemorrhagic, cyanotic or necrotic mass of variable volume which bleeds
continuously or on contact.*® This bleeding is often the main mode of presentation”."*Prolapse of the
urethral mucosa occurs when the rest of the urethra remains in its normal position but the mucosa
becomes loosened from its submucous attachment and is gradually extruded through the external
urethral meatus.” The benign nature of this disease contrasts with the anxiety of parents who very often
attribute it to sexual abuse thus causing serious medico-legal issues”.>**Urethral mucosa prolapse is a
rare often misdiagnosed condition in young girls or teenagers predominantly of the black race. It was first



described nearly 250 years ago by Solingen"."'5 The exact incidence is not well known, with a suggested
incidence of 1 in 3000.%**

“The exact pathophysiology of urethral mucosa prolapse is not clear. One theory is of poor attachment
between the inner longitudinal and outer circular smooth muscle layers of the urethra, in association with
recurrent episodes of increased intra-abdominal pressure".1'5'6“Predisposing factors like chronic cough
and constipation have been suggested, as having above average height and weight for the age”.4'6“0ver
weight and obesity affect intravesical pressure in adults but this has not been proven in the paediatric
population"."“Other predisposing factors include oestrogen deficiency, poor nutrition;;trauma to the
urethra, urinary and vaginal infections;excess urethral mucosa and physical exertion”."®*Race and
socioeconomic status may play a role due to its preponderance among Africans_and girls. from lower
socioeconomic status”.™"®Certain cultural practices like female genital mutilation may be a predisposing
factor in the development of urethral prolapse".6

“Urethral mucosa prolapse is mostly asymptomatic but it can present withivaginal bleeding causing
spotting on the underwear or diapers, periurethral mass, dysuria, haematuria, frequency, and urgency
especially in prepubertal and post-menopausal cases.”® Vaginal ‘examination commonly will reveal a

pinkish/purplish or reddish circular urethral mucosa at the external meatus with a dimple on it” 2%
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H«Catheterization of the bladder often confirms the diagnosis, when urine is drained. In adolescent

and postmenopausal patients, with urethral mucesa prolapse, vaginal bleeding associated with voiding

symptoms are fairly common™®’

and _this was the experience in this patient. If the prolapsed urethral
mucosa is large, the mucosal mass may become.strangulated, which results in venous obstruction,
thrombosis and necrosis of the prolapsed tissue”."®"**This is because; the swelling and congestion
create a purse string effect around the distal urethra impeding venous return and vascular congestion. If
left untreated this may lead to strangulation and eventual necrosis of the protruding tissues. Most of the
symptoms of urethral. mucosa prolapse can readily be ascribed to sexual abuse and this may cause
anxiety to the parents as was obsetved in this case”."""® Hence, the treating physician should be aware
of the fact that until sexual abuse is ruled out and diagnosis is confirmed, parents will likely expressed

worries:

“Diagnosis of urethral mucosa prolapse is essentially clinical and is made by visualization ofa circular
protrusion of the distal urethra through the external meatus and catheterization of the central opening
within the prolapsed urethral mucosa”.* *Extensive investigations is not necessary to make the diagnosis;
however, ultrasound scan can be done to exclude other abnormalities and even malignancy of the

kidneys and urinary bladder”.®®

“The differential diagnosis of this condition is urethral caruncle which is described as a fleshy outgrowth of
the distal mucosa usually originating from the posterior lip; however, urethral caruncles are focal, while

urethral mucosa prolapse are circumferential”.»****Other differential diagnoses of a paediatric inter-labial



mass include ectopic urethrocele, Gartner’s cyst, rhabdomyosarcoma, urethral papilloma and urethral

diverticulum”.>”’

“Treatment modalities range from conservative management to various operative interventions. Surgical
treatment remains the gold standard as it allows for the restoration of functional anatomy, especially in
cases of severe prolapse, significant bleeding with necrotic mucosa or failed medical management”.>"®"
The modified Kelly-Burnham operation in which the prolapsed mucosa is excised in quadrants; and the
healthy mucosa is reapproximated with interrupted absorbable sutures is the preferred surgical technique
which was done for this patient. The advantage with this technique is that, the urethra hardly retracts
inward with associated difficulty to trace it for mucosal to mucosal anastomosis. The technigue is also
associated with low risk of post-operative bleeding, recurrence and meatal stenosis".e's“Ligation around a
Foley catheter is no longer used because of such complications ‘as recurrence, infections and

postoperative pain”.>'® ‘Other surgical techniques include Keefe vagina/urethra placation, surgical

reduction maintained with mattress sutures, manual reduction-and cautery excision”.®® Complete and

circumferential surgical excision of prolapsed mucosa ensures;goodiresults within 24 to 72 hours®*°.

Medical treatment includes local hygiene, sitz bath, topical ‘antibiotics, ‘steroids or oestrogen cream.®®
‘Most of the success with the medical treatment is with the topical application of oestrogen
cream.Oestrogen cream can be applied locally for 2 to.3 times a day in the outpatient if necessary".z's'6
The essence of the sitz bath is to decrease swelling and eedema and antibiotics use is to treat/prevent
local infection.'® Medical management can be associated:with high failure rates and a recurrence rate of

67%."°

Postoperative complications following urethral prolapse repair may include urethral stenosis and urinary
incontinence.™*'%To help prevent urethral searring, some authors prefers to perform this procedure on
healthy oestrogenized tissue .and ensure complete approximation of the urethral mucosa to the vaginal
epithelium to prevent retraction of the urethral mucosa”."***'*> Postoperative urinary incontinence may

occur owing te the diminished urethral length following excision; however, this is rare.*

Conclusion

Although rare, urethral mucosa prolapse is noticeable in the black pediatric population and has excellent
outcomes when treated surgically. It is though rare in pubertal/adolescence girls, diagnosis of urethral
mucosa prolapse should be considered in cases of unexplained vaginal bleeding even in
pubertal/adolescence girls. Diagnosis is primarily clinical, and surgical resection provides a definitive and
cost-effective treatment. The key in the management is to individualize the patient and offer the best
treatment.
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