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METASTATIC GALLBLADDER CANCER PRESENTING
AS A GINGIVAL TUMOR AND DEEP NECK INFECTION

Yuan-Shen Chen,! Yung-Hsiang Hsu,? Chia-Fone Lee," and Yu-Fu Chou!
Departments of 'Otolaryngology and “Pathology, Tzu Chi General Hospital, and
3Department of Medicine, Tzu Chi University, Hualian, Taiwan.

Gallbladder cancer has an extremely poor prognosis because it is often diagnosed at an advanced
stage. We describe a 63-year-old woman who was treated 4 years previously for gallbladder can-
cer, with laparoscopic cholecystectomy and secondary hepatectomy after presenting with acute
cholecystitis and gallbladder rupture. At her second presentation, she had a left lower gingival
tumor and deep neck infection. Incision and drainage and tumor biopsies were performed, and
pathology at both sites revealed adenocarcinoma. Positron emission tomography revealed other
tumors in the left breast and left lower lung field, which were both proven to be adenocarcinoma
by biopsy. The patient’s presentation with a metastatic oral tumor was rare. Although the incidence
is very low, physicians should consider the possibility of metastatic cancer in a patient with a history
of cancer, who presents with new oral tumor or deep neck infection.
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Gallbladder cancer is relatively rare and it is the fifth
most common neoplasm of the gastrointestinal tract.
High mortality (5-year survival is ~5%) is partly the
result of nonspecific presentation and diagnosis at an
advanced stage [1,2]. The most common metastatic
lesions are in the liver, common bile duct, and pancreas
[3]. It is very rare for gallbladder cancer to spread to
the oral region. Deep neck infection as the main ini-
tial presentation of primary head and neck cancer is
very rare [4]. To the best of our knowledge, no case
of deep neck infection associated with undiagnosed
metastasis has been reported with a non-head and neck
cancer. We report our experience with a woman with
a history of gallbladder cancer whose new metastatic
disease presented as gingival tumor and deep neck
infection.
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CASE PRESENTATION

A 63-year-old woman with dementia had undergone
laparoscopic cholecystectomy and secondary hepate-
ctomy at our hospital in February 2005 for gallbladder
cancer that presented with acute cholecystitis and gall-
bladder rupture. The adenocarcinoma was staged as
T3NOMO, stage Ila. She was lost to follow-up without
receiving further treatment such as adjuvant radio-
therapy or chemotherapy. She presented to the emer-
gency department in May 2009 for acutely progressive
left neck swelling and fever up to 38.2°C. Physical ex-
amination showed severe tenderness, swelling, and
erythema of the left neck. Fine needle aspiration was
performed, which produced a turbid discharge. Blood
tests showed an elevated white blood cell count of
11.46 x 10°/L and an elevated C-reactive protein level
of 18.57mg/dL. Other results were within normal
limits. Head and neck computed tomography revealed
a cystic necrotic lesion along the left parapharyngeal
space (Figure 1). Under the impression of deep neck
infection, emergency incision and drainage were per-
formed. Wound culture of the neck abscess revealed
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Gum tumor in metastatic gallbladder cancer

Figure 1. Computed tomography showed a cystic necrotic lesion
with rim enhancement in the left parapharyngeal space.

Figure 2. Histopathology of the biopsy specimen obtained from
the gingival lesion revealed adenocarcinoma (arrow) that was
compatible with a primary gallbladder tumor (hematoxylin and
eosin stain).

Prevotella melaninogenica. Some necrotic tissue was
sent for pathological examination at the same time.
Postoperatively, a round, left lower gingival tumor
that measured 2.0x2.0cm was found at otorhino-
laryngological examination. The patient had no idea
when the tumor had developed. Incisional biopsy
was performed. Pathology of the neck and gingival
lesions showed poorly differentiated adenocarcinoma,
which was compatible with metastatic gallbladder
cancer (Figure 2). Fluorodeoxyglucose uptake was
measured by positron emission tomography, with
increased uptake identifying additional lesions in the
left breast and posterior aspect of the left lower lung

Kaohsiung J Med Sci October 2010 ¢ Vol 26 « No 10

Figure 3. Increased fluorodeoxyglicose uptake on positron emis-
sion tomography identified additional metastases of the left breast
region superolateral to the nipple (arrow), and the posterior
aspect of the left lower lung field (arrow head).

(Figure 3). Computed tomography- and ultrasound-
guided biopsy of the left breast and left lower lung
field were performed, and showed metastatic carci-
noma. Gross cystic disease fluid protein-15 marker was
negative for breast and lung specimens. Gallbladder
cancer with multiple metastases was diagnosed. After
consultations regarding further treatment, hospice
care was suggested and accepted by the patient’s
family. The patient died in June 2009, 41 days after
presentation to the emergency department.

DISCUSSION

Gallbladder cancer is relatively rare but lethal [3].
The disease is approximately two to six times more
common in women than in men. The major risk fac-
tor is chronic inflammation induced by cholelithiasis.
Other risk factors include porcelain bladder and
polyps [3]. The initial presentation of gallbladder
cancer is often nonspecific, and most patients are diag-
nosed at an advanced stage. Transperitoneal spread
is not rare, and peritoneal carcinomatosis can develop
with advanced-stage diseases [3]. Median survival for
carcinoma that is diagnosed in symptomatic patients
is 9.2 months, with median survival of 26.5 months
in patients with incidentally diagnosed gallbladder
cancer [5].

Oral malignant tumors are almost squamous cell
carcinoma. Metastatic cancer in the oral region
accounts for ~1% of oral malignant tumors [6].
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Patients who have a history of smoking, alcohol con-
sumption and betel nuts chewing have a much higher
risk of developing a second primary cancer of the oral
cavity. For head and neck cancer patients, 5-25% will
develop a second primary cancer in the aerodigestive
tract at some stage, depending on the duration of
follow-up. The prognosis for patients with oral metas-
tasis is poor, with most dying soon after metastasis
is confirmed. Hirshberg et al [7] reported that most
metastatic tumors in the oral region are found in
patients in their 51 to 7" decades of life. They have
reported a metastatic ratio of 2:1 for jawbone to oral
soft tissue involvement. The mandible is the most com-
mon site in the jawbones [7]. The attached gingiva is
the most common site in oral soft tissue. The most com-
mon primary sites for metastases found in the oral
region are the lung, kidney, liver, and prostate for men;
and breast, genitalia, kidney, and colorectum for
women [7]. Lim et al [8] stated that the most common
primary site in South Korea is the liver, followed by
the lung, thyroid gland, reproductive system, and
colorectum. They reported one case that had spread
from primary gallbladder cancer. Chen et al [9] also
reported that the most common primary site for oral
metastasis is the liver. These data from East Asia are
different from those in Hirshberg’s study [7], and the
discrepancy might reflect the high prevalence of pri-
mary hepatocellular carcinoma in Taiwan and South
Korea. The average survival time for these patients is
about 7 months [7]. Palliative care can be considered
when metastatic oral tumor is noted. Such tumors are
rare; therefore, it is difficult for physicians to form a
clear differential diagnosis with regard to the probable
primary site. Complete physical examination, history
taking, and imaging are necessary. When the patient
has a history of cancer, we should always consider oral
metastasis when he/she presents with an oral tumor.

Deep neck infection is a dangerous condition with
high morbidity and mortality; the most common ori-
gin is dental infection [10]. Infection can potentially
spread to any space in the neck, such as dangerous and
parapharyngeal spaces. Diabetes mellitus is an impor-
tant comorbid factor [11]. Early surgical intervention
and empirical antibiotic therapy are recommended.
Tracheotomy should be considered when airway com-
promise develops. Approximately 0.2% of primary
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head and neck cancers have an initial presentation of
deep neck infection [4]. It is unclear why such a small
minority of patients develop deep neck infection. We
hypothesize that previous infection or immune defi-
ciency predisposes to infection of the metastatic neck
lesion. However, we have found no mention of metas-
tases from a primary site outside the head and neck
that present as deep neck infection. When incision and
drainage are performed, pathological examination of
the tissue must be done to exclude malignancy. We
hope that our report of a highly unusual case will
remind clinicians that they should always consider
the possibility of metastatic cancer when a patient
with a history of cancer presents with an oral tumor
or deep neck infection.
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