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Abstract— Malignant mesothelioma of the tunica vaginalis is rare. The etiology is unclear. Exposure to asbestos is attributed

as one of the risk factor. It is commonly seen in the elderly age group with hydrocele as the presenting complaint. Diagnosis is

usually confirmed following histopathological examination, marker studies by immunohistochemistry and electron microsco-

py. We present a case in a 54 year old male who presented with left scrotal swelling. Immunohistochemically the tumor cells

were positive for WT1, keratins, EMA, vimentin and negative for calretinin, desmin, CEA and actin. Ours is a rare case of

paratesticular mesothelioma with calretinin negative.
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INTRODUCTION

Paratesticular mesotheliomas are rare tumors and constitute
0.3 — 1.4% of all malignant mesotheliomas (Bisceglia et al.,
2010). The usual age at presentation is between sixth to
eighth decade. The causative factors are asbestos exposure,
long standing hydrocele and trauma (Bisceglia et al., 2010;
Fonseca LG, 2014). It can involve the tunica vaginalis, sper-
matic cord or the epididymis with the former being most
commonly affected (Mrinakova et al., 2012). Diffuse malig-
nant mesotheliomas are very aggressive tumors with poor
prognosis because of a high rate of recurrence / local and
distant metastases and death (Trpkov et al., 2011).

CASE REPORT

A 54 year old male presented with history of painless left
scrotal swelling since 6 months. There was no past history of
asbestos exposure, hydrocele or trauma. A clinical diagnosis
of testicular tumor was made. Ultrasonography revealed a
large collection in the left tunica and scrotal wall with ingui-
nal lymphadenopathy suggesting the possibility of Koch’s,
however malignancy cannot be ruled out. CT scan revealed
grossly enlarged left testis with heterogeneous density with
areas of necrosis in it and peripheral curvilinear calcification
along the left testicular capsule suggestive of carcinoma tes-
tis (Fig. 1). Encysted hydrocele in the tunica vaginalis on the

left side below the left testicular mass was noted. Moderate-
ly enhancing multiple enlarged left inguinal lymph nodes
along with external iliac group of lymph nodes with a few
mildly enlarged right inguinal group of lymph nodes was
noted suggesting the possibility of metastasis. Serum alfa-
feto protein and p-Human Chorionic Gonadotrophin were
within normal limits.

Figure 1. CT scan shows enlarged testis with heterogeneous densi-
ty with curvilinear calcification.

106

Calretinin negative Paratesticular mesothelioma

Published online: 07 September 2014



Kalyani Raju et al., 2014

Fine needle aspiration cytology (FNAC) of scrotal swelling
showed moderate cell yield consisting of round to polygonal
tumour cells having vesicular nucleus, coarse granular
chromatin, some showed prominent nucleoli, moderate
amount of eosinophilic cytoplasm and well defined cell bor-
der in a background of hemorrhage and necrosis. A diagno-
sis of malignant lesion was offered. FNAC of right and left
inguinal lymph nodes revealed similar above described cells
suggesting metastatic deposits. Left radical orchidectomy
was performed.
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Figure 2. Gross photograph showing cystic cavity, normal testis
(single arrow) and scotal skin (double arrow).

Grossly specimen consisted of a globular gray white to gray
brown capsulated soft tissue mass, measured 12x7x6 cms
with spermatic cord and thickened hydrocele sac. Cut sec-
tion revealed a cystic lesion with gray white to gray brown
friable tissue occupying the cystic space. The cyst wall
thickness was variable from 0.5 to 2.5 cms with one area
showed normal testicular tissue measuring 3x1.5 cms (Fig.
2). At focal areas the cyst wall showed yellowish speckled
areas of calcification.

Figure 3. Microphotograph showing normal testis with seminifer-
ous tubules (H&E X400).

Microscopically sections from testis and epididymis were
within normal limits (Fig. 3). Tumor proper showed thick
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fibrocollagenous cyst wall lined by single layer of cuboidal
to columnar hyperplastic mesothelial cells and at places the-
se cells were stratified forming papillary structures. The
tumour cells were also seen as sheets and in alveolar pattern.
The tumour cells were predominantly polyhedral having
hyperchromatic bizarre vesicular nucleus, prominent nucle-
oli, scanty to moderate eosinophilic cytoplasm with ill-
defined cytoplasmic margin (Fig. 4 & 5). Focal areas of hem-
orrhage and necrosis were seen. Focal areas showed spindle
shaped tumor cells with pleomorphic nuclei arranged in
interlacing fascicles (Fig. 6). The cyst wall showed areas of
osseous metaplasia, hemorrhage, necrosis, calcification,
macrophages and foreign body giant cell reaction. Sections
studied from spermatic cord and scrotal skin was within
normal limits. Immunohistochemistry (IHC) showed that
the tumor cells were diffusely positive for EMA, vimentin,
WTT1 (Fig. 7 & 8); focally positive for CK5/6 and negative for
calretinin, desmin, CD20, CEA and actin (Fig. 9 & 10). A
final diagnosis of biphasic variant of paratesticular mesothe-
lioma was offered. Patient was discharged against medical
advice and lost for follow-up.

Figure 4. Microphotograph showing mesothelial lining with focal
proliferation of mesothelial cells forming papillary structures
(H&E X100).

Figure 5. Microphotograph showing epitheloid cells with atypia,
high N:C ratio and pleomorphism (H&E X400).
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Table 1. Shows clinic-pathological presentation and prognosis in various studies.

SL AUTHORS AGE  SITE PRESENTING VARIANT IHC FOLLOW PROGNOSIS
NO. SYMPTOMS UP
1 Fonseca LG 62 Left Enlargement of Biphasic Calretinin*, Vimentin* 4 months Extensive
et al 2014. the left testis variant CK5/6%, WT1+, CA-125+ metastasis and
CEA-, BerEp4- death
2 Gkentzis A 55 Left Palpable lump Epithelial CK5/6*, WT1+, BerEp4* 2 years Uneventful
et al 2013. in the left hem- subtype CK7+, Calretinin Focal* recovery
iscrotum LeuM1 focal*
3 Mrinakova 20 Left Painless hydro-  Epithelial CK7+, Calretinin*, 41 months Relapse free
B etal 2012. cele subtype EMA®+
Vimentin*, CEA-, In-
hibin-
4 Esen T et al 38 Left Long standing Epithelial Calretinin*, CK5/6* 26 months Disease free
2012. scrotal pain &  subtype
swelling
5 Yen C et al. 53 Left Epididymitis &  Epithelial Calretinin*, CK*, CEA- 3 years No recurrence
2012. Hydrocele subtype
6 Trpkov K et 57 Not Asymptomatic WDPM Calretinin*, =~ PanCK*, 6 years No recur-
al 2011. know  hydrocele WT-1+, Vimentin*, rence/
n EMA+, CEA-, CK5/6, progression
BerEp4-
7 Bisceglia M 74 Right  Testicular pain Epithelial Calretinin*,  PanCK*, 9 years Extensive
et al 2010. subtype CK5/6*, EMA®*, CEA- metastasis
8 Brimo F et 53- Not Hydro- WDPM GLUT-1 focal*, Ki-67 Average 3 Alive
al 2010. mean know  cele>scrotal focal*, P53 years (6/8)
n mass 5 & 47 years
later Death
9 Winstanley 60- Left>r Hydrocele -60%  Epithelial Calretinin®, EMA*, 6 years(5/18) No recurrence
AM 2006. mean ight subtype (15) CK5/6* (72%), BerEp4* 7 years(3/18) Local disease
Biphasic (11%), CK20-, CEA- Death-mets
variant (3) Death-
unrelated
10 Chetty 1992. 18 Right  Scrotal swelling ~ WDPM CK+, EMA* CEA, 12months Asymptomatic
LeuM1-
11 Present case 54 Left Scrotal swelling ~ Biphasic Vimentin®, CK5/6 1 month Discharged
variant focal*, EMA¢, against medi-
Calretinin-, CEA, cal advice and
CK20- lost for follow-

up

Note: + Positive, - Negative, WDPM Well differentiated papillary mesothelioma.

DiscussSION

Paratesticular mesothelioma is a rare tumour and was first
described by Barbera and Rubino in 1957. It constitute less
than 1% of all malignant mesotheliomas with less than 250
cases being reported till date (Bisceglia et al., 2010). The usu-
al occurrence is between 6% to 8" decade of life and rarely
occurs in patients under 20 years of age. The causative factor
as for other mesotheliomas is said to be exposure to asbestos
with 30-40% cases having positive past history. Other factors

implicated are

long standing hydrocele and trauma

(Bisceglia et al., 2010; Fonseca LG, 2014). It can involve tuni-
ca vaginalis, spermatic cord or epididymis with the former
being most commonly affected. Both sides can be equally
affected but bilateral involvement is rare (Mrinakova et al.,
2012; Trpkov et al., 2011). In the present case the patient was
54 years presented with no significant.

The most common presenting symptom is scrotal enlarge-
ment and less commonly testicular pain and mass (Esen et
al., 2012). Clinical diagnosis is usually made as hydrocele of
unknown origin or testicular tumor. The clinical differential
diagnosis include hydrocele, testicular tumors, cysts of tes-
ticular parenchyma, cysts of tunica albuginea, reactive meso-
thelial hyperplasia, adenomatoid tumor, adenocarcinoma of

108

Calretinin negative Paratesticular mesothelioma



Kalyani Raju et al., 2014

the epididymis, testicular metastatic carcinoma.

Figure 6. Microphotograph showing spindle cell proliferation in
fascicles amidst the epithelial cells (H&E X100).

Doppler ultrasonography helps at arriving at a near possible
diagnosis. CT and MRI should be done to rule out lymph
node involvement and distant metastasis. Technetium-99m
scintigraphy also helps in identifying the primary tumor.
Serum tumor markers are usually negative. Ultrasound
guided FNAC may provide a clue and help at arriving at a
diagnosis (Bisceglia et al., 2010; Mrinakova et al., 2012). In
the present case the patient presented with painless scrotal
swelling and the clinical diagnosis was testicular neoplasm.
Ultrasound diagnosis was Koch’s. CT scan diagnosis was
testicular carcinoma with probably metastatic deposits in
inguinal lymph nodes. Serum tumour markers were not
contributory. FNAC of offered a diagnosis of malignant le-
sion of scrotal swelling with metastatic deposits in bilateral
inguinal lymph nodes.

Figure 7. Microphotograph showing tumor cells showing diffuse
positivity for WT1 (X100).

On gross examination small gray white exophytic nodules
are usually seen on the visceral tunica vaginalis. Many times
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it presents as hematocele with raged and necrotic areas. Mi-
croscopically three variants are described; pure epithelial
type, pure spindle cell type and mixed type (biphasic vari-
ant) with epithelial type being the most common. Three ar-
chitectural patterns have been described in the literature;
papillary, tubulopapillary and multicystic (Mrinakova et al.,
2012).

Figure 8. Microphotograph showing Tumor cells exhibiting dif-
fuse positivity with Vimentin (X100).

Features favoring malignancy include infiltration into deep-
er tissues, cytological atypia, prominent cell groupings and
necrosis. The biphasic variant is described as having both
interwoven bundles of spindle shaped tumor cells with foci
of osseous and cartilaginous metaplasia and epithelial-like
cells arranged in papillary or pseudoacinar pattern (Trpkov
et al.,, 2011). Electron microscopy is confirmative with pres-
ence of long slender microvilli on the apical surface of tumor
cells (Rosai, 2012; Winstanley et al., 2006). Immunohisto-
chemically, 100% of the epithelial, 70% of the biphasic vari-
ants and 60% of the pure spindle cell variants are found to
be Calretinin positive. Cytokeratin 5/6 postivity is present in
100% of the epithelial variants and 10% of biphasic mesothe-
liomas. EMA, WT1 and vimentin have been found to be pos-
itive frequently. Tumor cells are negative for CEA, CK 20
and Leu M1 (Hammar, 2006; Winstanley et al., 2006). In the
present case, grossly the lesion presented as cystic lesion
with marked areas of hemorrhage and necrosis. Microscopi-
cally it was a mixed variant with papillary and acinar pat-
tern. The IHC findings are shown in Table 1.

The prognosis of this tumor is poor with median overall
survival reported is 24 months. Local recurrence and death
have been frequently reported. Extensive lymph node me-
tastasis has been noted. The most common lymph nodes
involved are retroperitoneal aorto-caval, inguinal and pelvic
lymph nodes (Fonseca LG, 2014; Gkentzis et al., 2013). The
clinico-pathological features with prognosis in various stud-
ies are shown in Table 1. Radical orchidectomy is the sur-
gery of choice; chemotherapy not being very effective. Ag-
gressive surgical resection at the early stages has been found
to have a good prognosis. Younger age, well differentiated
tumor morphology, multicystic pattern are reported to have
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better prognosis. The aggressive behavior of the tumor calls
for a regular and thorough follow up (Brimo et al., 2010;
Chetty, 1992; Fonseca LG, 2014; Yen et al., 2012). In the pre-
sent case the patient presented with bilateral inguinal lymph
node deposits, underwent radical orchidectomy and was
lost for follow-up.
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Figure 9. Microphotograph showing negative staining for
Calretinin in the tumor cells (X100).
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Figure 10. Microphotograph showing tumor cells negative for
CEA (X400).

CONCLUSION

To conclude, Paratesticular mesothelioma is rare malignant
mesotheliomas and has a high rate of recurrence and metas-
tasis. We present this case for its rarity.
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