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Abstract

A 69-year-old man was referred to our hospital with dysuria and gross hematuria associated with
a rapidly growing perineal mass. Serum squamous cell carcinoma (SCC) antigen level was high (2.4
ng/mL). Magnetic resonance imaging examination revealed a tumor posterior and inferior to the
pendular urethra with a cystic lesion inside. Tumor resection together with total penectomy was
performed. Pathohistological findings revealed well-differentiated SCC arising from the parau-
rethral region. The patient remained free of disease without adjuvant therapy at 70 months after
surgery. To our knowledge, this is the second reported case of paraurethral SCC.
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1. Introduction

Primary urethral carcinoma represents a rare malignancy accounting for <1% of genitourinary cancers. As for
histological types, squamous cell carcinoma (SCC) is most common among both genders but adenocarcinomas
are noted in 15% - 35% of cases among women [1]. As female urethral diverticula are considered to be associated
with adenocarcinoma [2], paraurethral adenocarcinoma is relatively well reported [3]-[5]. Meanwhile, parau-
rethral SCC is extremely rare. We report a case of paraurethral SCC presenting as a rapidly growing perineal mass.

2. Case Report
A 69-year-old man with no past medical history was referred to our hospital complaining of dysuria and gross
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hematuria associated with a rapidly growing perineal mass. Physical examination revealed a stiff mass in the pe-
rineum. Digital rectal examination showed no abnormal findings. Serum laboratory data showed inflammatory
findings, and among several tumor markers measured, only the SCC antigen level was slightly high at 2.4
ng/mL. Magnetic resonance imaging (MRI) examination revealed a tumor (45 x 52 x 55 mm) posterior and in-
ferior to the pendular urethra with a cystic lesion inside, which was invading the corpusspongiosum (Figure 1).
Urine cytology was positive, suggesting SCC. Cystourethroscopy revealed a constriction at the posterior urethra
but no clear finding of urethral tumor. The patient then developed urinary retention and for which percutaneous
cystostomy was performed. Percutaneous tumor needle biopsy showed SCC. Tumor resection and total penect-
omy were then performed. The bilateral testes were preserved. The excised tumor appeared as a solid and
grayish mass, approximately 5 cm in size, with a yellowish granulomatous lesion next to the urethra (Figure 2).
Pathohistological findings revealed well-differentiated SCC arising from the paraurethral region (Figure 3(A)).
Neither the scrotal skin nor the urethra was directly infiltrated by the tumor (Figure 3(B), Figure 3(C)), while
the urethral constriction was involved with the granulomatous lesion which was determined to be inflammation
associated with tumor spillage (Figure 3(D)). The surgical margin was negative. Postoperatively, no additional
treatment was administered. As of 70 months after surgery, the SCC antigen level was normal, and the patient
remained free of disease.

Figure 1. Magnetic resonance imaging revealed a tumor posterior and inferior to the pendular urethra.
Large arrows indicate tumor and small arrows indicate the cystic lesion. Left panel: transverse plane.
Right panel: sagittal plane.

Figure 2. Macroscopic appearance of the tumor. The tumor is solid and grayish, apart from the
urethra. Arrowheads indicate tumor and arrows indicate urethra.

(=)



K. Matsuzaki et al.

C

Figure 3. Microscopic appearance of the tumor. (A) Histology of the tumor shows well-dif-
ferentiated squamous cell carcinoma (hematoxylin and eosin [H&E] stain, x100). Neither
scrotal skin (B) nor the urethral lumen (C) was invaded directly by the tumor (H&E stain,
x100). D. Granulomatous inflammatory lesion next to the urethra with tumor cell spillage, as
outlined by the dashed line (H&E stain, x400).

3. Discussion

Although female paraurethral adenocarcinoma is relatively well reported [3]-[5], paraurethral SCC is extremely
rare in both genders. To the best of our knowledge, only one case has been reported previously by Barua et al.,
who reported a 58-year-old man complaining chiefly of hematuria and a firm mass [6]. The tumor was located
posterior and inferior to the bladder with a cyst inside. Histological findings revealed SCC arising within a pa-
raurethral cyst. Their patient died 12 months after surgical removal of the tumor.

In the present case, a cystic lesion was identified within the tumor by MRI (Figure 1), but this lesion was
collapsed at the time of the percutaneous biopsy by chance. Then the cyst was shrunk and compressed by the
tumor in the resected specimen. There was a granulomatous inflammatory lesion next to the urethra with tumor
cell spillage (Figure 3(D)). This suggests that tumor cells were spilling into the necrotic tissue due to inflam-
matory change, which resulted in the positive urine cytology. Neither the urethra nor the skin, which is a com-
mon primary site of SCC among perineal organs, was directly involved.

There are several hypotheses as to the origin of SCC, including ectopic squamous cells in the paraurethral
tissue, the urethral glands such as Cowper’s gland or Skene’s glands, and a paraurethral cyst as reported pre-
viously [6]. Whereas the paraurethral cystic lesion identified on MRI is considered as a possible origin in the
present case (Figure 1), the histological examination could not confirm this due to the shrinkage of the cyst by
the previous biopsy.

Clinical signs of paraurethral carcinoma are assumed to be similar with urethral carcinoma [3]-[7]. Obstruc-
tive or irritative symptoms and hematuria are common modes of presentation of urethral carcinoma [1]. Urethral
obstruction is evaluated by cystourethroscopy with cold cup biopsy but percutaneous needle biopsy may be re-
quired depending on the tumor location. MRI is a highly effective method to image the primary tumor to estab-
lish the loco-regional extent of disease at diagnosis. [1] In our case, the tumor invaded the corpus spongiosum
without regional nodal involvement or distant metastasis. Since the surgical margin was negative, no additional
treatment was added. Similar to urethral carcinoma, radiation therapy can be used as an adjuvant treatment if a
surgical margin is positive [1]. No standard systemic therapy has been established due to the rarity of paraureth-
ral carcinoma. In a retrospective study of 44 patients with advanced urethral carcinoma, cisplatin-based chemo-
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therapy according to the primary histology was reported [8]. The median overall survival from chemotherapy in-
itiation was 25.6 months. Although most urethral carcinomas respond well to cisplatin-based chemotherapy,
further studies are needed to define the role of chemotherapy [1]. Since treatment modality other than surgery
has not been reported for paraurethral SCC, complete resection should be tried to achieve long-term survival.

4. Conclusion

This report presented a case of paraurethral SCC in a 69-year-old man who achieved a long-term disease-free
survival after surgery. Given a rarity of this disease, timely diagnosis and complete resection of tumor are criti-
cal for disease-free survival.

Informed Consents

Informed consent was obtained from the patient.
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