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Abstract: Cholangiocarcinoma is a rare cancer that forms in the bile duct and is often discovered in the later
stages of the disease. There have been several reports of this cancer metastasising, with the most common site
being the liver and other sites being the lining of the abdominal cavity, the lungs, bone and brain. However,
there are very few documented cases of the presence of cholangiocarcinoma metastasis in the head and neck
and fewer still that note infiltration of the parotid gland. For this reason, the case of a 69-year-old female
with a confirmed diagnosis of cholangiocarcinoma was of particular interest to us as she later presented with
a right sided facial swelling and a buccal fistula, which was confirmed to be cholangiocarcinoma metastasis,
an extremely rare occurrence. Therefore, the aim of this report is to raise awareness of the signs and
symptoms of oral cavity and parotid gland metastasis by exploring the history of this case.
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1. INTRODUCTION

There are very few documented cases of the
presence of cholangiocarcoma metastasis in
the head and neck, and fewer still, that note
infiltration of the parotid gland.
Cholangiocarcoma is a malignancy that arises
from cholangiocytes, the epithelial cells that
line the biliary tree[1]. It forms in the bile duct
and commonly occurs in adults over the age of
50. This cancer can be subdivided into several
categories and common signs and symptoms
can include jaundice, itchiness of the skin, pale
stools, fatigue, abdominal pain in the right
side, unplanned weight loss, fever, night
sweats and dark urine.

Cholangiocarcinoma is often diagnosed in the
later stages with the possibility of metastasing
to other structures. The only curative therapy
currently is radical surgery however, due to the
often-delayed presentation, the prognosis is
often poor[2]. Such was the tragic case of a
69-year-old female who first presented with
the diagnosis of cholangiocarcinoma and later
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developed a buccal mucosal fistula on the right
side of the oral cavity.

2. CASE REPORT

A 69-year-old female was referred to our
service following the discovery of a right sided
facial swelling and swelling on the right side
of the neck. She was initially diagnosed with
cholangiocarcinoma metastatic stage IV IHC
following a liver biopsy which was conducted
by the gastroenterology team, and following
discussions with the oncology team, was
advised to undergo palliative chemotherapy.
Medically, she was hypertensive for which she
was taking Amlodipine, was a previous
smoker, and had a family history of her father
having suffered from lung cancer and her
sister having suffered from pancreatic cancer.
A CT scan of the abdomen, chest and pelvis
showed the liver was enlarged and contained a
large lobular mass measuring approximately
16cm in maximal diameter with hepatic, nodal
and bone metastases.
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Figure 1.CT chest/abdo/pelvis with contrast: The
liver is enlarged and contains a large lobular
heterogeneously enhancing mass (image taken 28-
01-22)

Two months after the initial diagnosis, the
patient was admitted following attendance in
the emergency department due to raised
calcium levels. The patient had been
experiencing fatigue, dizziness and shortness
of breath and had appeared to have
deteriorated rapidly, raising concerns with her
oncologist. On assessment during admission, a
one-week history of a facial swelling on the
right side was noted for the first time, giving
the initial impression of right sided parotitis.
Amongst the investigations carried out, a CT
head scan, originally taken for investigation of
the new symptoms of dizziness and high
calcium levels, revealed a large enhancing
mass deep in the right parotid gland. This
subsequently led to an assessment by the Ears,
Nose and Throat team of the parotid gland
where a detailed history of this individual
swelling was obtained.

During their time as an inpatient, the patient
revealed that they had experienced an episode
of parotitis a few months prior to this
assessment. This had been treated with
Clarithromycin at the time and had improved
however some residual swelling had been
noted. The most recent swelling,which had
been noted during this admission,had been
assessed by the patient’s general practitioner
three days before admission and a course of
Clarithromycin and Metronidazole had been
commenced. Another new symptom of note
was difficulty with mouth opening due to pain,
which was first reported at this assessment.
Jugular digastrics lymphadeno- pathy was also
noted on the right side of the neck.
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Figure 2._CT Head with contrast: 52mm x 32mm
enhancing mass deep to the right parotid gland and
filling the entire right infratemporal fossa. A well
circumscribed mass containing coarse
calcifications. (Image taken 14-04-22)

Following this assessment, the patient was
reviewed by the oral and maxillofacial team
one month later and further information was
detailed. This painful right sided facial
swelling had been ongoing for approximately
four months according to the patient and
clinical examination confirmed a right sided
fixed facial swelling overlying the right gland
area with extension of the mass into the
posterior oral cavity with mucosal dehiscence
and necrosis. An ultrasound scan with guided
fine needle aspiration was carried out which
revealed malignant cells.

Figure 3._USS with FNA of neck: The right cheek
mass is arising from the right hemimandible(Image
taken 16-05-2022)

This mass was soon identified as a metastasis
of the cholangiocarcinoma that was not
amenable for surgical resection, but rather
would be treated palliatively with the planned
chemotherapy that was due to treat the primary
mass in the liver. The oncology team
confirmed this to be suitable and a plan was
made for the patient to be reviewed by the
OMFS team in sixmonths.
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It was noted that the most recent assessment
revealed that the parotid gland lump had
reduced considerably and the buccal mucosa
fistula on the right side of the oral cavity had
closed following chemotherapy and the intra-
oral pain had become more manageable. At
present, the patient is being seen by the OMFS
team on a six-monthly basis for review of the
right sided parotid mass and the buccal fistula
continues to remain closed.

3. DISCUSSION

Tumours that metastasise from distant regions
to the oral and maxillofacial region are noted
to be uncommon, comprising of only 1-2% of
all  malignancies. ~ With  regards to
cholangiocarcinoma, this type of cancer is
difficult to diagnose and has a poor prognosis
with five-year survival rates of <5% and a
tendency to progress while remaining unseen.

[3]

In the cases of the oral region, it is an
uncommon site for metastatic spread, whereby
if there are findings such as a mass of
increasing size, this usually indicates a
widespread disease. Approximately 25% of
oral metastases have been found to be the first
sign of a metastatic spread with 23% being the
first indication of an undiscovered malignancy
at a distant site. [4]

There are very few reported cases that discuss
oral findings of cholangiocarcinoma metastatic
spread. Within these cases, the individual sites
where any findings such as masses are noted
tend to vary. Current case reports discuss bony
findings in the mandible and condyles, and
soft tissue findings in the floor of the mouth
and parotid gland. A recent case report by
Mago et al [5] in 2022 discusses a 33-year-old
female with diagnosed cholangiocarcinoma
who presented with trismus, dysphagia, pain,
necrosis and drainage in the mental region in
the later stages. Similarly, Watts et al [6]
spoke of cholangiocarcinoma in the right sub
condyle in a 39-year-old and Harding-Kaba et
al [7] discussed a 64-year-old female who
presented with painful cheek swelling and an
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