
CASE REPORT

Mixed testicular germ cell tumor presenting as metastatic
pure choriocarcinoma involving the maxillary gingiva
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Gingival metastases are infrequent and invariably asso-

ciated with a widespread disease and a poor prognosis.

Because of their unremarkable clinical appearance, they

can be difficult to distinguish from more common gingival

hyperplastic or reactive lesions, such as pyogenic granu-

loma, peripheral giant cell granuloma, and peripheral

ossifying granuloma. We are reporting here an unusual

case of a 36-year-old man with a mixed testicular germ

cell tumor presenting as a metastatic pure chor-

iocarcinoma involving the maxillary gingiva, extending

from the first left premolar to the left second maxillary

molar, mimicking a ‘benign looking’ gingival mass. Gin-

gival metastases may be the first manifestation of a

widespread metastatic disease and therefore particular

attention must be paid to gingival lesions associated with

atypical clinical symptoms and/or signs.
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A 36-year-old man was admitted to the Emergency
Room of the Centre Hospitalier, Universitaire Vaudois,
Lausanne, Switzerland in December 2004 complaining
of a rapidly progressive dyspnea of 1-week duration.
For several weeks, he had complained of chronic
fatigue, episodic cough, vomiting, and melena preceded
by the appearance of a rapidly growing gingival mass in
the upper left maxilla. He also noticed an enlarged right
testicular mass that was not painful. A diagnostic work-
up was therefore initiated. The chest X-ray showed
multiple ‘cannonball’ lesions in both lungs consistent
with the diagnosis of metastases. Thorax and abdomen
computed tomography (CT) scans revealed extensive
lymphadenopathy including anterior mediastinum, pre-

vascular, left periaortic, and right iliac lymph nodes.
A duodenal and a right testicular mass and three
subcutaneous nodules were also detected. Brain CT scan
disclosed a 1-cm lesion within the posterior limb of the
right internal capsule homogeneously enhanced follow-
ing intravenous contrast administration. Head CT scan
revealed a broad-based gingival mass on the upper left
premolar and molar area. Ultrasonography showed a
6.5 · 4 cm heterogeneous mass of the right testicle.
Serum tumor markers showed an elevation of both beta
human chorionic gonadotropin (bHCG) at 100 000 U/l
(normal: <5 U/l) and a-fetoprotein (AFP) at 41 kU/l
(normal: <5 kU/l). Two days after the admission, he
developed a spontaneous left pneumothorax drained by
tube thoracostomy as well as a pericardial effusion with
tamponade drained by pericardiocentesis. Cytologic
analysis of the pericardial fluid did not reveal any
tumor cells. The gingival lesion was approximately
4 · 3 · 3.5 cm in size and appeared as a purple,
exophytic, and lobulated mass extending from the first
left premolar to the left second maxillary molar
(Fig. 1a). A biopsy was performed, and the histopath-
ologic examination (hematoxylin–eosin, original magni-
fication ·100) showed the presence of an ulcerated
tumor composed of large multinucleated syncytiotro-
phoblastic cells and medium-sized cytotrophoblastic
cells lying in a hemorrhagic and necrotic stroma
(Fig. 2a). The tumor cells were positive for bHCG
immunostaining and negative for AFP (Fig. 2b).
The diagnosis was consistent with a metastatic pure
choriocarcinoma. The patient also underwent an upper
gastrointestinal endoscopy revealing a protrusive 1.5-cm
bleeding lesion of the first part of the duodenum, which
was injected with 10 ml of 1/1000 adrenalin and
biopsied. Microscopic examination also revealed a pure
choriocarcinoma. The tumor was a stage III according
to the simplified AJCC staging classification with poor
prognostic factor according to the International Germ
Cell Cancer Collaborative Group (1).

In January 2005, the patient received the first cycle of
a reduced dose of Platinol and Etoposide followed
rapidly by a second course of chemotherapy with a
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standard dose and by two cycles of Platinol, Etoposide,
and Ifosfamide (PEI). After this treatment, the gingival
(Fig. 1b), duodenal, and cerebral lesions completely
regressed with only a partial response on the pulmonary
lesions and no decline of serum bHCG. The patient
received three cycles of high-dose Ifosfamide, Carbopl-
atine, and Etoposide together with an autologous stem
cell transplantation. In June 2005, the patient under-
went a left orchidectomy. The histologic examination
revealed an extensive necrosis and hemorrhage in the
areas of choriocarcinoma together with small foci of
the viable tumor, which was mainly mature teratoma.
The final histologic diagnosis was that of a non-
seminomatous mixed testicular germ cell tumor (GCT)
with choriocarcinoma and teratoma components. In
July 2005, pulmonary metastasectomy was planned but
unfortunately the pre-operative cerebral magnetic res-
onance imaging (MRI) showed new lesions. Therefore,
cerebral irradiation was initiated, but after 4 days, the
patient developed a cerebral hemorrhage and died just
after the hospital admission.

Comments

Choriocarcinoma is a highly malignant neoplasm, which
is rare within the testis in its pure form but more often

encountered as a component of mixed gonadal GCTs.
In pure testicular choriocarcinoma, metastatic disease is
frequently the presenting symptom as the local tumor
may remain very small and non-detectable, whereas the
GCTs with a choriocarcinoma component usually
present as a painless testicular enlargement. This tumor
has a particular propensity to metastasize early by a
hematogenous route with the lung being the most
common site followed by liver, intestines, and brain
(2, 3).

Our case presented two remarkable and unique
peculiarities. First is the presentation of a mixed
testicular germinal tumor as a ‘benign looking’ gingival
mass as the first clinical manifestation. Secondly, gingi-
val metastasis of a testicular mixed GCT as pure
choriocarcinoma. To the best of our knowledge, this
clinico-pathologic scenario has not yet been reported in
the literature.

Oral metastatic tumors are uncommon, accounting
for approximately 1% of all malignant oral neoplasms,
and they represent the first sign of metastatic disease in
almost 20% of cases (4–6). Most lesions are observed in
maxillary bones, especially in the posterior part of the
mandible, whereas metastases in the oral mucosa are
undeniably less frequent with a clear predilection for the
attached mucosa in dentulous, and in the tongue and

Figure 1 (a) Intra-oral view showing firm, exophytic, and lobulated
gingival mass extending from the upper left premolar to the upper left
second maxillary molar. (b) Intra-oral post-chemotherapy view show-
ing the complete regression of the mass.

Figure 2 (a) High power view of multinucleated syncytiotrophoblas-
tic tumor cells (hematoxylin–eosin, original magnification ·100). (b)
Immunostaining of syncytiotrophoblastic tumor cells with beta human
chorionic gonadotropin (bHCG; immunoperoxidase staining, original
magnification ·100).
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alveolar mucosa in edentulous patients (4–6). Gingival
metastases from testicular choriocarcinoma are exceed-
ingly rare, with only two cases reported (7). Two
important considerations regarding gingival metastases
must be emphasized. The first concerns their clinical
appearance, which can be misdiagnosed as a benign
lesion (pyogenic granuloma, peripheral giant cell gran-
uloma, and peripheral ossifying granuloma). This can
delay prompt diagnosis and further treatment, even
though the oral metastases usually indicate widespread
disease, and treatment is often palliative. The second
concerns the fact that they can represent the first
manifestation of an undiagnosed tumor and for this
reason, a biopsy is mandatory to rapidly obtain a
correct diagnosis.

The exact mechanism by which malignant cells reach
the gingiva is still poorly understood and remains
speculative. Some authors have proposed that the teeth
may play an important role in the preference of the
metastases for attached gingiva by means of chronic
gingivitis. In fact, the rich vascular network of inflamed
gingival tissue may entrap tumor cells providing a fertile
site for further metastatatic processes (4–6). Metastases
in the oral cavity may provoke rapidly unpleasant
effects, such as pain, bleeding, disturbances of mastica-
tion, and infection and for this reason, palliative
treatment is indicated even in the presence of widespread
metastatic disease.

In conclusion, it should be kept in mind that a ‘benign
looking’ gingival mass might represent the ‘tip of the
iceberg’ of widespread metastatic disease. Therefore,
particular attention must be paid to gingival lesions
associated with atypical clinical symptoms and/or signs.
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