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ABSTRACT

This study aims to evaluate and understand incidentally detected genital ridge
anomalies and review the literature based on the experience of 6 cases reported from
our institution from 1993 to 2016, out of which 3 cases have already been published.
The children of various age groups reported with unilateral undescended testis in
the Outpatient Department (OPD) with a normal testis on the opposite side, which
was unusually large on palpation in the superficial inguinal pouch. The sonographic
finding was also suggestive of unilateral Undescended Testis (UDT). Intraoperatively,
it was found that the children had two testes on one side, which was the cause of
the abnormally large UDT. One testis was resected, and the other was placed in the
scrotal sac with the Swanson procedure. It is often associated with processus vaginalis
anomalies and with increased risk of malignancy and infertility. In this study, we have
attempted to evaluate variations in the presentation of genital ridge anomaly and its
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Introduction

Polyorchidism is a very rare congenital disorder with
fewer than 200 cases reported in medical literature
[1] and 6 cases (two horses, two dogs, and two cats)
in veterinary literature [2]. The supernumerary testis
can usually be located inside the scrotum (75% of
patients) or, less commonly, in the inguinal canal,
the retroperitoneum, or the abdominal cavity [3-5].
Clinical examination usually reveals that the testes are
normally descended inside the scrotum. Polyorchidism
is usually asymptomatic but may present with scrotal
pain or swelling, hydrocele, varicocele, epididymitis,
infertility, testicular malignancy, or testicular torsion
[3]. Polyorchidism is commonly associated with
inguinal hernia (24%), undescended testis (22%), and
microlithiasis [3].

Polyorchidismisgenerallydiagnosedviaanultrasound
examination of the testicles. The most common form
is triorchidism, or tritestes, where three testicles are
present. In this type, there are three testes with the

supernumerary being situated on the left (in 65% of
the cases). In 4.3% of patients with polyorchidism,
there is bilateral involvement with four testes. The
condition is usually asymptomatic. A man who has
polyorchidism is known as a polyorchid.

Case Presentation

Case 1(2017)

The parents of 2-year-old child came in OPD with
a complaint of left UDT. The past medical, family,
and psychosocial history was normal. On physical
examination, there was a palpable left-sided UDT
with a normal right-sided testis. On USG, also triple
testis could not be diagnosed, so we thought it to be
a usual case of UDT. After routine investigations, the
patient was posted for orchidopexy on the left side.
During surgery, it was found that there were two
testes in the left superficial inguinal pouch. One testis,
which had a short vas, was excised, and the other was
brought down in the left scrotal sac using the Swanson
procedure (Figure 1).
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Figure 1. Showing two testes, one with a short vas and the other with a long vas, which underwent orchidopexy on the
left side.

Case 2 (2017)

A child of two and a half years reported to the OPD
with a complaint of a right-sided undescended testis.
On examination left testis was palpable in the scrotal
sac, while another swelling was palpable in the
inguinal canal (Figures 2 and 3) and on USG, it was

suggestive of one more testis, while on the right side
testis was absent. The child underwent surgery, and
a crossed testicular ectopia was found. The testis
in the left inguinal canal was brought down, and
orchidopexy was done in the right scrotal sac from
the scrotal septum.

Figure 3. Testis from left inguinal canal with separate Vas with enough length for orchidopexy.
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Case 3 (2015)

A 47-year-old male patient came to the hospital
with a complaint of swelling in the left inguinal
region. The patient was diagnosed with a case of left
indirect inguinal hernia. On clinical examination of
the scrotum, both testes were present, but the left
testis was smaller than the right. After investigations,

the patient was posted for surgery under spinal
anaesthesia. Intra-operatively, it was found that the
spermatic cord contained two separate vas deferenses,
one was connected to testis in the scrotum and the
other testis was present in the inguinal canal (Figure
4). Orchiectomy was performed of the inguinal testes.
Hernioplasty was done for inguinal hernia.

Figure 4. Intra-operative view of left inguinal canal showing two testicles.

Case 4 (2008)

A case was reported from our institute, published in
the Journal of Pediatric Surgery (JPS) 2008 by Kumar
B, Sharma C et al., having left-sided duplex testis and
found incidentally during inguinal hernia repair.

Case 5 (2002)

A 4-year-old boy presented with a left undescended
testis. On examination left testis was present in
the left inguinal region. Exploration revealed two
separate testicles within a single tunica vaginalis. The
caudal testis was atrophic, but both testis had their
own epididymis, vas deferens, and vessels, and the
two vas joined together within the operative field to
form a common vas. This falls into type 3 of Thum'’s
classification. This case was published in Pediatr Surg
Int (2002) 18: 449-450.

Case 6 (1993)

A 2-year-old boy presented with soft swelling in
the scrotal and perineal region on the left side.
Examination revealed both testis in scrotal sac but on
exploration supernumerary testis was seen on left side
which was atrophic with complete duplication of the
testis, epididymis, and spermatic cord. The excision
of atrophic testis along with lymphangiohemangioma
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in the perineal region. This case was published in
Pediatr Surg Int 1994;9:531.

Results and Discussion

Polyorchidism is defined as the presence of more than
two testicles. The term “polyorchidism” derives from
the Greek root “moAv-" (poly-) meaning plenty and

the word “0pxts” (orchis) meaning testicle, and was
first used by Lane in 1895.

The first histologically proven case was reported by

Ahlfeld in 1880. It is a very rare congenital anomaly

believed to result embryologically from an abnormal

division of the genital ridge [6]. Embryological

theories responsible for polyorchidism include:

¢ Degeneration of parts of the mesonephric
components.

¢ Duplication of the genital ridge.

¢ Division of the genital ridge.

There is an increased risk of malignancy if

supernumerary testicles are detected [7].

Classification

Polyorchidism occurs in two primary forms: Type A

and type B (Figure 5).
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Figure 5. Types of classification.

Type A: the supernumerary testicle is connected to a
vasdeferens. These testiclesare usually reproductively
functional. Type a is further subdivided into:

Type A1l: Complete duplication of the testicle,
epididymis and vas deferens.

Type A2: The supernumerary testicle has its own
epididymis and shares a vas deferens.

Type A3: The supernumerary testicle shares the
epididymis and the vas deferens of the other testicles.

Type B: The supernumerary testicle is not connected
to a vas deferens and is therefore not reproductively
functional. Type b is further subdivided into:

Type B1: The supernumerary testicle has its
own epididymis but is not connected to a vas
deferens.

Type B2: The supernumerary testicle consists only of
testicular tissue.

On the basis of the embryologic development,
Leung classified polyorchidism into 4 types (Figure
6). In type A, the supernumerary testis lacks an

epididymis and vas deferens. It happens when the
division separates a small part of the genital ridge
not in contact with the mesonephric ducts (rete
testis). In type B, the supernumerary testis has
its own epididymis. Depending on the degree of
division, the supernumerary testis may be connected
longitudinally to the epididymis of the normal
testis and its vas deferens (B2), or it may lack any
connections to the normal testis (B1). The division
of the genital ridge occurs in the region where the
primordial gonads are attached to the mesonephric
ducts (rete testis). In type C, the supernumerary testis
has its own epididymis and shares the vas deferens
with the regular testis in a parallel fashion. This
variant results from incomplete longitudinal division
of the genital ridge and the proximal portion of the
mesonephric duct. In type D, complete longitudinal
duplication of the genital ridge and mesonephric duct
occurs, with resultant complete duplication of testes,
epididymides, and vas deferens. This type may be
associated with an ipsilateral duplicated ureter and is
the least common [8,9].

Figure 6. In a normal embryo. Note: (n): At about 6 weeks of embryonic life; (gr): The primordial testis develops from
the primitive genital ridge; (m): Medial to the mesonephric duct; At about 8 weeks of embryonic life, the primordial
testis; (t): Takes shape; (e): The epididymis; (v): Vas deferens arise from the mesonephric (wolffian) duct.
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Differential diagnosis

Possible differential considerations include scrotal
hernia, bilobed testicle, crossed testicular ectopia,
testicular tumor [10].

Management

The treatment of such patients is still under debate,
either removal of supernumerary testis or ectopic
testis due to high risk of malignancy (4%-7%) or
preservation and long-term follow-up of such patients.
Treatment can be based on the presence or absence of
vas deferens to supernumerary testicle [1,4,11-13].

Conclusion

All the cases were operated in the same institute under
the supervision of the same consultants; hence, I took
the liberty to compile our center’s cases and add to the
literature with our own experience. In our cases, we
decided to excise the supernumerary testis as its vas
was too short and could not have reached in scrotal sac,
and also one testis was brought down by Swanson’s
procedure, so it was unnecessary to place two testes
in the same dartos pouch. A similar case was reported
from our institute in 2008 by Kumar B, et al.

The management protocol which we follow as per our
experience is

e Presence or absence of Vas

¢ Length of Vas

¢ Location and condition of supernumerary testis in
comparison with other two testicles
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