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Polyorchidism is a rare anomaly of the male urogeni-
tal tract characterized by the presence of one or more
extra testes. Supernumerary testes can often present
with coexistent conditions, including cryptorchidism,
inguinal hernia, and torsion. We report a case of a

pediatric patient with initial concern for intra-scrotal
left testicular torsion on ultrasonography who was ulti-
mately found to have torsion of an intra-abdominal
supernumerary testis. He underwent scrotal exploration
with bilateral orchiopexy and laparoscopic excision of
the torsed gonad. This case highlights a unique presen-
tation of polyorchidism with incongruent descent of an
ipsilateral supernumerary testis.
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Introduction

Polyorchidism is a rare anomaly of the male uro-
genital tract characterized by the presence of one
or more extra testes. Triorchidism is the most com-
mon type, and a majority of supernumerary testes
are located within the scrotum." The median age at
presentation is 20 years.” While patients are often
asymptomatic, they can present with concomitant
conditions, including torsion. We present a case
of a torsed supernumerary intra-abdominal testis
in a two-year-old boy with normal testes within
the scrotum, found incidentally during diagnostic
laparoscopy and scrotal exploration. Intraoperative
findings were discordant from scrotal ultrasound
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findings. We describe this patient’s operative man-
agement with scrotal exploration with bilateral
orchiopexy and laparoscopic excision of the torsed
gonad, as well as his postoperative course. This case
has been reported in line with the SCARE criteria.’
Institutional Review Board review was not required
per the Medical College of Wisconsin Standard Oper-
ating Procedure for Case Reports. Informed consent
was obtained for this study and accompanying
images from the patient’s legal guardian.

Case Report: A two-year-old otherwise healthy
male presented to the children’s hospital emergency
department with left scrotal swelling. The swelling
had been steadily increasing in size for approximately
one month. The family had not sought care for this
finding before emergency department presentation.
In the hours prior to presentation, the swelling was
felt to be rapidly worsening, and the patient was
noted to be fussier than baseline. There was no
associated emesis or fever. On exam, his abdomen
was soft, non-distended, and nontender. He had a
buried phallus. The left hemiscrotum was enlarged
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FIGURE 1. Visual genitourinary examination of the
patient

and tense with overlying erythema, and the left testi-
cle was nonpalpable (Figure 1). The right testicle was
descended and palpable.

Pediatric Surgery was initially consulted due to
concern for an incarcerated inguinal hernia. Point-
of-care bedside ultrasound of the left inguinal canal
was performed by Pediatric Surgery, and the con-
tents appeared consistent with bowel per their read.
Bedside reduction was attempted without success;
thus, he was taken to the operating room emergently
with Pediatric Surgery for hernia reduction and
repair. Time from preliminary diagnosis of incarcer-
ated inguinal hernia to case start was approximately
two hours. Diagnostic laparoscopy revealed a closed
inguinal ring without hernia and a loculated cys-
tic mass just adjacent to the left ring (Figure 2).
The cystic mass was 4 cm x 2.7 cm x 2 cm and
dusky red-grey in appearance, with brown hem-
orrhagic material adherent to the external surface.
The structure did not have any association with
the bowel. At this point, Pediatric Urology was
consulted intra-operatively. Formal intra-operative
scrotal ultrasound was obtained, which revealed the
left testicle located in the left hemiscrotum without
blood flow on color Doppler evaluation (Figure 3A).

FIGURE 2. Laparoscopic images demonstrating
the intra-abdominal findings during surgical
exploration. (A) Laparoscopic view of cystic pelvic
mass. (B) Laparoscopic view of the adjacent closed
left inguinal ring

A large lobulated, multiseptated, complex avascu-
lar fluid collection was seen in the left inguinal
canal without extension into the peritoneal cav-
ity (Figure 3B). The right testis was retractile but
appeared normal (Figure 4).

Given concern for left testicular torsion, the deci-
sion was made to perform scrotal exploration and
laparoscopic excision of the pelvic mass. When the
left testicle was delivered, it was noted to be pink and
healthy with normal lie. The gonadal vessels were
visualized without torsion, but the dartos and tunica
vaginalis were severely thickened. Though he did not
have torsion intraoperatively, we elected to perform
bilateral orchiopexy given his imaging findings. A %-
inch Penrose drain was placed through the lateral
left scrotum into the prior hydrocele cavity. Repeat
laparoscopy revealed the cystic mass was unchanged
following scrotal exploration. There appeared to be
a twisted stalk leading to the cystic mass. The ves-
sels and thickened tissue going to the mass were
ligated with clips and incised. While the mass had
the appearance of a torsed gonad with cystic changes,
malignancy could not be ruled out. Therefore, the
mass was removed via a specimen bag to ensure no
spillage of cystic contents.

The patient was admitted to the Pediatric Urol-
ogy service postoperatively. On postoperative day
one, he had increased erythema on scrotal exam
and fever to 101°F, and the operating surgeon was
concerned for superficial skin infection. He was sub-
sequently started on a seven-day course of oral
antibiotics. He otherwise had an uneventful postop-
erative course with resumption of age-appropriate
diet, normal voiding, and return of bowel function
and baseline activity. He was discharged on post-
operative day two. Penrose drain was removed in
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FIGURE 3. Intraoperative formal scrotal ultrasound findings of the left hemiscrotum. (A) Ultrasound with
Doppler highlighting left scrotal testis without flow and enlarged hyperemic epididymis. (B) Ultrasound showing

a large, multiseptated left hydrocele
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FIGURE 4. Ultrasound with Doppler highlighting
the right testis with normal echotexture and blood
flow

the clinic on postoperative day five without com-
plication. Pathology report completed by a pediatric
pathologist showed coagulative necrosis of a partially
mesothelium-lined fibrovascular wall attached to a
ghost-like remnant of necrotic testicular tissue. There
was no viable testicular tissue, signs of neoplasia,
or intestinal tissue identified. Information regarding
immunohistochemical staining was not included in
the report. At one-month clinic follow-up with the
operating surgeon, the patient had recovered well
without residual scrotal swelling.

Discussion

Polyorchidism is a rare congenital anomaly with
fewer than 250 cases reported in the literature."” It

originates from the transverse or longitudinal divi-
sion of the urogenital ridge between the fourth
and sixth week of development." This embryologic
etiology has accordingly influenced classification
systems for supernumerary testicles, of which the
most comprehensive system proposed by Bergholz
et al. classifies the testes based on whether or not
they are drained by a ductus deferens and further
divides them based on the presence of their own
vs. shared epididymis.’ In our case, the undrained
supernumerary testis seemed to have consisted of
testicular tissue only based on pathology, but the true
nature is difficult to determine given the necrotic
presentation.

Regarding the location of supernumerary testes,
a majority of cases are found in the scrotum, and
only 3%-9% of cases are localized to the abdomen."”
Approximately 65% of supernumerary testes are
noted on the left, as with our case.”” The left testis is
thought to be more prone to division given its larger
size and different vascular topographic anatomy:.
There is not yet an established pattern or under-
standing of the location of a supernumerary testis
about its ipsilateral testis. Many cases describe the
testes to be neighbors, but the positioning can be
discordant. Bergholz et al. reported in their meta-
analysis that of the 12 supernumerary testes found
intra-abdominally, only 2 ipsilateral testes were noted
in normal scrotal positions.'

Polyorchidism  is  frequently = diagnosed
incidentally after presenting with other conditions.’
The concomitant pathologies include ipsilateral
inguinal hernia (15%-24% of cases), cryptorchidism
(15%—-22%), and, less commonly, testicular torsion
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(7%-15%) and hydrocele (7%-9%).”” Testicular
malignancy has also been found in cases of
polyorchidism, primarily when maldescended.’

Our patient had a unique presentation as he
seemed to initially have a possible inguinal her-
nia vs. intra-scrotal testicular torsion with complex
hydrocele on ultrasound, but he was ultimately
noted to have a normal descended testis with
ipsilateral intra-abdominal supernumerary testicular
torsion. We suspect the hydrocele was reactive to
his intra-abdominal torsion and resulted in false-
positive intra-scrotal torsion on ultrasound. Patients
with known polyorchidism have a 280-fold higher
absolute risk of torsion compared to the general
population, so a high index of suspicion should be
maintained if presenting with acute scrotal pain.’
This increased risk is likely because the supernu-
merary testis has an absent gubernaculum and a
longer pedicle’ Management principles of super-
numerary testicular torsion are the same as those
of non-complicated testicular torsion with emergent
exploration, timely detorsion, and fixation.”® Other-
wise, there has been a recent push for conservative
management with active ultrasound surveillance in
asymptomatic cases, even when cryptorchid.” This
differs from other proposed management algorithms,
which recommend active surveillance only in cases of
scrotal polyorchidism.”"

Polyorchidism is a rare condition with a high risk
of torsion. To our knowledge, this is the first reported
case of torsed intra-abdominal supernumerary testis
in a patient with bilateral descended testes. Manage-
ment of non-viable testes with orchiectomy and of all
healthy testes with orchiopexy is appropriate.
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