Sebaceous carcinoma of the penis: As aggressive as it is rare
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Abstract

Malignant neoplasm of the penis is a rare cancer in industrialized countries but is not uncommon in India.

Nearly 95% of penile cancer is squamous cell carcinoma. Malignant neoplasms of the sebaceous glands,
which are mostly confined to the head and neck region, are even rarer. We present a 74-year-old male with
sebaceous cell carcinoma of the penis. He underwent excision of the primary lesion with bilateral inguinal
lymph node dissection followed by adjuvant chemotherapy.
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INTRODUCTION

Carcinoma of the sebaceous glands of the penis is
extremely rare. Only five verifiable cases have been
documented. They metastasize mainly to the regional
lymphnodes. The treatment has been largely on the same
lines as penile squamous cell carcinoma (SCC).

CASE REPORT

A T4-year-old-man presented with a growth adjacent to
the root of the penis. He had undergone a circumcision
at another center 6 months ago for a preputial lesion.
A review of slides revealed sebaceous carcinoma. On
examination, there were nontender, subcentimeter,
firm, pearly-white nodules at the margin of the scar
of circumcision. In addition, there was a nontender,
2 cm X 2 cm, proliferative nodular lesion to the left
of the penile base with induration of the surrounding
skin |Figure 1]. Bilateral inguinal lymph nodes were
palpable and mobile. Fine needle aspiration of the nodes
detected metastatic carcinoma. His case was discussed in
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the multidisciplinary team meet, and he was planned for
radical excision of the lesion followed by chemotherapy.
He underwent excision of both the coronal and suprapubic
lesions with bilateral inguinal lymphadenectomy and
flap coverage. Biopsies of the primary penile lesions
as well as the suprapubic lesion were consistent with
multicentric, well-differentiated sebaceous carcinoma with
lymphovascular invasion. Hemotoxylin and eosin section
of the skin showed skin covered fibrocollagenous tissue
infiltrated by tumor composed of sheets, nests, islands,
and cords of polygonal cells with moderately pleomorphic,
mitotically active, vesicular to hyperchromatic, round
to oval nuclei with visible nucleoli, and moderate
eosinophilic cytoplasm. There was no definite evidence
of keratinization. There were foci of continuation
with overlying epidermis. Immunohistochemistry
was positive for epithelial membrane antigen and
BerEP4 [Figure 2]. He was administered adjuvant
chemotherapy (Carboplatin/Paclitaxel). He died at home
3 months after the operation having completed 2 cycles
of chemotherapy.
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DISCUSSION

Malignant neoplasms of the sebaceous glands are rare
and also remarkable for their aggressive nature. Sebaceous
carcinoma arises from the adnexal epithelium of the gland.
The majority of reported cases of sebaceous carcinoma
are located in the head and neck region.!" Sebaceous glands
are not typically found on the skin of the penis, and the
ectopic appearance of these is called Fordyce spots.

Penile carcinoma is of squamous cell origin in >95% of cases.
Alarge retrospective review of nonsquamous penile carcinoma
found only one case of sebaceous malighancy among their
cohort of 12 cases of nonsquamous carcinoma which in turn
comptised 8.5% of all penile carcinomas.” Only five verifiable
cases of penile sebaceous carcinoma have been reported.””
The clinicopathologic behavior of penile sebaceous carcinoma
appears different to other extraorbital sites which have a lower
propensity to metastasize."! Recent data for sebaceous carcinoma
show an overall rate of regional metastasis in the region between
3% and 12%.! However, penile sebaceous catcinoma has a
propensity for regional lymph node metastasis. Three out of
five cases reported had bilateral palpable inguinal lymph nodes
at presentation and underwent inguinal lymphadenectomies.
Two out of these three had biopsy-proven nodal metastasis.
Ornellas ez al. described their use of lymph node sampling based
on preoperative lymphoscintigraphy followed by sentinel node
biopsy to assess tegional nodal status.”!

Figure 1: 2 cm x 2 cm, proliferative nodular lesion to the left of the
penile base

Sebaceous carcinomas are generally treated with wide
local excision. Regional lymphadenectomy is performed if
clinically significant nodes are found. Sebaceous carcinomas
of the penis have been largely treated on the same lines as
penile SCC. Existing reports are compared in Table 1.5
Two cases were treated with local excision, the other four
required either partial penile amputation (three) or radical
penile amputation. All except one case underwent bilateral
inguinal lymphadenectomies. Of the patients requiring
penile amputations, the longest documented disease survival
was 18 months. Two out of four died within 6 months of
surgery. Adjuvant chemotherapy is an option for regional
metastasis and recurrence; however, data are limited and
the optimal regimen is yet to be defined. Due to paucity
of cases, there is no standard protocol of chemotherapy. It
was shown by Mellette ¢ a/. that the biological behavior of
extraorbital sebaceous carcinoma is not different from the
orbital sebaceous carcinoma.l’ Hence, by extrapolating the
treatment of orbital sebaceous cell carcinoma, the protocol
may be six cycles of 3 weekly paclitaxel and carboplatin.”
This was administered to the index patient. Histopathological
predictors of poor prognosis include multricentric origin,
tumor dimension >1 cm, lymphovascular invasion, and
pagetoid spread.®! We encountered all of these adverse
predictors in addition to regional node metastasis which
undoubtedly contributed to the poor outcome. The histologic
differential diagnosis of sebaceous carcinoma includes basal

Figure 2: The immunohistochemistry positivity for BerEP4

Table 1: A comparison of inguinal lymph nodal status and outcome across all reported cases

Operation for Palpable Inguinal lymph Period of follow Status at last
penile primary inguinal nodes node dissection up (months) follow-up
Current report Local excision Yes Yes 3 Deceased
Ornellas et al. Partial amputation No No 18 Alive
Ornellas et al. Partial amputation Yes Yes 12 Alive
Ornellas et al. Partial amputation Yes Yes 5 Deceased
Wick et al. Radical amputation Yes No 6 Deceased
Oppenheim et al. Local excision No No 36 Alive
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cell carcinoma, SCC, Paget disease, and melanoma. While
extraorbital carcinoma has been considered less aggressive,
with better prognosis than petiorbital disease, the limited
data on penile sebaceous carcinoma suggests a tendency
toward regional metastasis resulting in poorer prognosis
than sebaceous carcinoma at other sites. Sentinel lymph node
biopsy has been advocated for both periorbital and extraorbial
disease; however, its questionable negative predictive value
and low-yield have not changed the need for close follow-up
in patients with a negative sentinel node biopsy. For a penile
primary with clinically negative groins, a bilateral modified
inguinal lymphadenectomy is likely to be of greater value in
view of poor outcomes without locoregional control as well
as limited evidence for benefit with chemotherapy.

Learning points: Sebaceous carcinoma must be considered
in the differential diagnosis of atypical penile lesions.
Sentinel lymph node biopsy or modified inguinal
lymphadenectomy are likely to be of value in clinically
negative groins given the propensity for nodal spread.
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