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Abstract

We describe the fifth case of mucoepidermoid carcinoma. The
patient had penile ulcer with bilateral inguinal and pelvic lymph-
adenopathy and underwent total penectomy. After antibiotic ther-
apy, the patient began outpatient chemotherapy, but the treatment
was discontinued due to his intolerance. The patient died due to
infectious complications of the inguinal lymphatic fistula 7 months
after the histological diagnosis. Notably, the periurethral area was
involved in the anatomopathological evaluation of the excised
penis. The penile mucoepidermoid carcinoma was aggressive and
the perimeatal region was involved. This case helps demystify the
origins and prognosis of this rare case. More reports documenting
patient characteristics and their evolution with penile mucoepi-
dermoid carcinoma are needed.

Introduction

Squamous cell carcinoma (SCC) accounts for 95% of the
histological types of penile cancer,' but other rarer types,
such as mucoepidermoid carcinoma (MC), may also affect
the penis. The origin of SCC of the penis is usually the
scamous epithelial surface, while the MC of the penis does
not have a known source. Glans cancer frequently arises
from the periurethral glands of Littré, bulbar Cowper, and
sweat glands.>*

The prognosis of penile cancer in its early stages is good.
The survival and the risk of metastasis of SCC of the penis are
different according to histologic variants. The histological
subtypes verrucous, papillary, and verrucoid are low risk,
and the usual SCC is intermediate risk and the sarcomatoid
or basaloid variants are high risk.> Although non-SCC types
are not classified in risk, their behaviour and prognosis can
be ascertained. Basal cell carcinomas are highly curable

and have a low potential for metastasis; they are prone to
local recurrence, but metastases are rare and the melano-
mas are aggressive but can be cured if treated early.® The
adenosquamous carcinoma is locally aggressive, with high
histologic grade differentiation at diagnosis and a high rate
of lymphovascular invasion.” It well-known that, generally,
metastatic tumours to the penis have a poor prognosis.® MC
of the penis is extremely rare and has a pattern of behavior
has not yet been established.

We used 4 databases for our analysis (PubMed, Portal
de Periddicos da Capes, Lilacs, and SciELO) on February
17, 2014. We searched without filtres and with the inter-
section of the following MESH terms: “Penile neoplasms”
versus “Mucoepidermoid Tumour” or “Carcinoma,
Mucoepidermoid” and “Penis” versus “Mucoepidermoid
Tumor” or “Carcinoma, Mucoepidermoid.” In doing so, we
identified 4 cases of primary penile MC (Table 1). This is the
fifth case, which adds to the literature and helps delineate
the behaviour and origin of this disease.

Case report

Our patient, a 47-year-old had a wound on the penis after
circumcision. He sought medical attention 45 days after
lesion onset; it was a single lesion, showing ulcerative and
infiltrative aspect, about 7 cm, occupying the entire glans
and about four-fifths of the distal penile shaft (Fig. 1). Physical
evaluation of inguinal region showed multiple and bilateral
lymphadenopathy. The patient was underwent biopsy of
the penile lesion with microscopic examination compatible
to MC. Computed tomography of abdomen demonstrated
multiple inguinal and pelvic lymphadenomegaly.

The patient underwent perineal urethrostomy and total
penectomy. Upon pathologic evaluation, the penis length
was 7.8 cm, with the lesion occupying the distal portion
of the penile shaft and involving the periurethral area of
the glans. The cut surface of the tumour showed heteroge-
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Table 1. Report cases of penile mucoepidermoid carcinoma

Author Shrikhande and Sirsat® Froehner et al.’ Layfield and Liu™ Warnnissorn et al.? Current case
Publication year 1974 2000 2000 2003 2015
Patient age, years 40 63 55 31 47
Lesion time before io:
treatment 1 year 21 days Not specified 1 year 45 days
Prlm_ary _Iesmn Almost entire penis Balano-preputial PIEE] e inslelhg Glan_ular Eleliig) Periurethral area
localization urethral meatus periurethral area
Lymphadenopathy Inguinal and bilateral Not Specified Absent In%?lgzlrslnd Pelvic
Emasculation and Excision and Partial penectomy Partial penectomy
Conduct inguinal lympha- coagulation of  and inguinal lympha- and inguinal Total penectomy
denectomy the tumour bed denectomy lympha-denectomy
Death 7 months after
. - Absence of detectable Absence of diagnosis, due to infectious
Evolution Not specified Local recurrence . . A
lesions detectable lesions complications of the
inguinal lymphatic fistula
Follow-up 3 months 52 months 6 months 3 months Not applicable

neous and friable mass with brownish and whitish areas.
Microscopically, about 90% of the lesion was represented
by intraepithelial neoplasia of coalescing atypical blocks
SCC, with cornea pearls and extensive areas of keratiniza-
tion (Fig. 2). In 10% of the lesion, we found anastomosing
cords and trabeculae, formed by cells with predominantly
dense cytoplasm, but with some areas showing vacuolated
cytoplasm. The clear cells were stained with periodic acid-
Schiff diastase (Fig. 3), but were not true glandular formation.
Carcinoma in situ, perineural or angiolymphatic invasion,
involvement of sweat, Littré or Cowper’s glands did not
occur. The surgical margins were free. The histopathology
was consistent with invasive MC.

The patient was discharged on postoperative day 2 and he
was scheduled for outpatient antibiotic therapy for 8 weeks
and chemotherapy (prior to bilateral inguinal and pelvic
lymphadenectomy). However, the patient discontinued che-
motherapy due to intolerance, after he experienced ingui-
nal signs of inflammation and lymphatic fistula at the left

Fig. 1. Penile mucoepidermoid carcinoma. Giant ulcerated lesion.

inguinal area. The situation was complicated by sepsis and
the patient died 7 months after the histological diagnosis.

Discussion

Although MC is more frequently found in the salivary glands,
some cases of this histological type have been described in
the penis.® The first case was reported in 1974, followed by
2 others in 2000 and 1 in 2003 (Table 1). This is the fifth
case of this rare histological type.

Most penile skin tumours arise from squamous epithelium.
Although the origin of MC in the penis remains unknown,
some hypotheses have been suggested. Warnnissorn and
colleagues® suggest that malignant glandular cells in glanu-
lar epithelium can originate from aberrant differentiation of
SCC; from the pluripotent stem of the region; or these cells
can arrive in the glans through the misplacement of cells
from the perimeatal in the embryologic period. Shrikhande

squamous component (Hematoxylin and eosin, original magnification 100x).
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Fig. 3. Penile mucoepidermoid carcinoma. Intra- and extracellular positive
staining and clear vacuolated cells (Periodic acid-Schiff-diastase, original
magnification 400x).

and Sirsat® suggested that MC may result from dual capability
of differentiation of the columnar cells into SCC or mucous
cells. For Froehner and colleagues,” MC results in the epi-
thelial carcinoma of the penis that undergoes metaplastic
changes or arises from misplaced sweat glands to the penis.
Similar to Warnnissorn and colleagues,® we found that the
perimeatal region was involved and the absence of sweat,
Littré or Cowper’s glands was compatible with the hypoth-
esis that MC is a bimodal cancer. The tumour originates in
the glans, and the malignant cells come from the squamous
epithelium and the glandular cells (mucin-producing) next
to the navicular fossa regions.

The MC of penis has a poor prognosis."'° None of the 4
patients in the previous 4 cases died, yet they had advanced
disease (Table 1). Lymph node involvement occurred in
3 out of 4 patients. Aggressive treatment as emasculation was
done in 1 case and inguinal lymphadenectomy in 3 cases
(Table 1). One patient had local recurrence as described
by Froehner and colleagues.' The absence of deaths can
be explained by the minimal follow-up. Most patients were
assessed up to 6 months or less and just 1 patient had a
follow-up of 52 months (Table 1). Although in the present
case, the pathology revealed well-differentiated squamous
malignant cells, the disease was marked by rapid growth,
early lymph node involvement and death 7 months after
diagnosis. Therefore, we can suggest that MC of the penis

Mucoepidermoid carcinoma of the penis

has an unfavourable evolution and requires early and aggres-
sive treatment compared to other histological types.

Condlusion

Our patient’s penile MC was aggressive behavior and
involved the perimeatal region. The knowledge of the evo-
lution, prognostic and origin of this disease are in their initial
stages. This case report adds to the literature. More details
and longer term follow-up are needed to further clarify this
disease.
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