http://crim.sciedupress.com

Case Reports in Internal Medicine

2021, Vol. 8, No. 1

CASE REPORTS

Discovery of esophageal stricture following femoral
neck fracture: a case of adenosquamous carcinoma of
the esophagus in a young female
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Adenosquamous carcinoma (ASC) of the esophagus is a rare malignancy of the esophagus with histopathologic features of

both adenocarcinoma and squamous cell carcinoma. Given the rarity of this disease, there is scant literature on ASC. We report

a unique case of a 29-year-old African American female with advanced ASC manifesting as a pathologic fracture. Magnetic

resonance imaging (MRI) confirmed femoral fracture, and femoral biopsy demonstrated metastatic ASC. Upper endoscopy
revealed a distal esophageal stricture, and histopathology confirmed ASC. To our knowledge this is the youngest case of ASC to
be reported. We discuss ASC epidemiology, clinical findings, diagnosis, and current treatments.
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1. INTRODUCTION

Adenosquamous carcinoma (ASC) of the esophagus is a
rare malignancy of the esophagus associated with histologic
features of both adenocarcinoma and squamous cell carci-
noma. It presents most commonly in middle aged men, and
comprises about 1% of all esophageal malignancies.!"-?! In
addition to the esophagus, ASC is known to affect the lung,
gallbladder, pancreas, stomach, and colon.'? ASC of the
esophagus appears to be more aggressive than either AC or
SCC, presenting with a higher grade and stage on average.[!!
In a retrospective analysis of the SEER database, metastasis
was identified in 39% of esophageal ASC cases.!!! Com-
monly identified sites of metastasis are the lungs, bone, brain,
and liver.”) We present a unique case of a young African
American female who presented with advanced disease man-

ifesting as a pathologic fracture. To our knowledge, this is
the youngest case of adenosquamous carcinoma reported.

2. CASE PRESENTATION

A 29-year-old African American female presented to the
emergency department with persistent right hip pain and
inability to bear weight following a fall two days prior to
admission. In addition, she reported non-bloody, non-bilious
vomiting, odynophagia, and an unintentional weight loss
of 30 Ibs. She reported having undergone endoscopy two
months prior at an outside hospital, which demonstrated
esophagitis, moderate chronic gastritis and H. pylori infec-
tion with no evidence of metaplasia, dysplasia or carcinoma.
She subsequently received amoxicillin, clarithromycin and
omeprazole for 14 days as treatment for H. pylori infection.
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She endorsed active cigarette smoking (3.5 pack years), but
did not report using alcohol or illicit drugs. She denied a fam-
ily history of malignancies, including gastrointestinal and
gynecological malignancies. Physical examination revealed
right hip tenderness and swelling with a benign abdominal
exam. Gynecologic examination was unremarkable, and

Pap smear was negative. Labs identified microcytic anemia
with hemoglobin of 9.5 g/dl, MCV of 79.8f], hypokalemia
of 2.5 meq/l and hypo-albuminemia of 3.2g/dl. Computed
tomography (CT) (see Figure 1A) and subsequent magnetic
resonance imaging (MRI) (see Figure 1B) of her right hip
are shown.

Figure 1. Coronal view of (A) CT and (B) T-2 weighted MRI scan of the right hip demonstrating a pathologic fracture
with destructive lesions in the right acetabulum and right proximal femur with associated soft tissue components.

Figure 2. EGD findings showing a distal esophageal
stricture
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A repeat upper endoscopy was performed in order to help
identify the site of primary malignancy, which revealed a 5
cm stricture in the distal esophagus extending to the gastroe-
sophageal junction (see Figure 2). Surgical biopsy of the
bone lesions demonstrated metastatic ASC (see Figure 3A).
Biopsy of the esophageal stricture was obtained (see Figure
3B) and demonstrates poorly differentiated adenocarcinoma
with both mucinous and squamous features, confirming the
diagnosis of ASC. CT-scan of the chest, abdomen, and pelvis
showed esophageal and gastric wall thickening, coupled with
small pleural effusions, ascites, a subpleural nodule, tho-
racic and upper abdominal lymphadenopathy, and soft tissue
thickening around the right hip and adjacent bladder wall.
Unfortunately, the patient passed away from sepsis secondary
to bacteremia 1 month later.
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Figure 3. Biopsy of the (A) bone lesion and (B) esophageal mass showing adenosquamous carcinoma with mucinous and

squamous components, suggestive of ASC

3. DISCUSSION

ASC is defined by the WHO 5th edition as a tumor that con-
tains components of both SCC (squamous cell carcinoma)
and AC (adenocarcinoma).”® The Japanese Esophageal Soci-
ety refines this definition further by also requiring that each
histological type must comprise at least 20% of the tumor.!*!
ASC has a low prevalence, comprising approximately 1% of
all esophageal carcinomas.!!-?!

A review of the literature shows that the majority of stud-
ies on ASC were performed with small cohorts based in
Asia.>7! In these studies, ASC was most commonly reported
in elderly patients (mean age 60-61) with a male predomi-
nance. Grossly, ASC is indistinguishable from SCC and was
most often found in the middle esophagus (50%).5-81 The
symptoms that were frequently reported included dysphagia,
heartburn, and weight loss.>7! In terms of survival, ASC
has a worse overall survival when compared to AC, and is
more comparable with SCC.['! ASC appears to be an aggres-
sive tumor that typically presents at a higher grade and more
progressed stage when compared to AC or SCC alone.!"-?!

Histological diagnosis of ASC can be challenging and as a
result it is often misdiagnosed.”®! The SCC component may
present with intercellular bridges, keratin pearls, and indi-
vidual cell keratinization, while the AC component presents
with tubular or glandular structures.®! Difficulty in diagnosis
arises from incomplete sampling, as squamous components
are typically more superficial, while AC components are
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deeper within the esophageal wall.[¥ Furthermore, ASC is
not to be confused with mucoepidermoid carcinoma of the
esophagus (MECE), a similar tumor that also presents with
mixed SCC and AC components. MECE is characterized
by mucus-containing adenocarcinoma cells found within
nests of SCC, and is distinguished by a clear transitional
section between SCC and AC histology with intermediate
cells.[4-8-101

The treatment of ASC is not well defined by the literature. As
with other esophageal malignancies, surgery is typically used
for locally invasive disease while nonsurgical options (i.e.
chemotherapy) can be used for more advanced disease. Since
ASC has features of both AC and SCC of the esophagus, it
is unclear which treatment option is more effective. A recent
study suggests that in lymph node negative (NO) disease,
surgical treatment is sufficient, but in node positive (N1-N3)
disease, preoperative chemoradiation with resection has im-
proved outcomes compared with resection or chemoradiation
alone.!'!!

To our knowledge, no cases of an African American female
younger than 50 years old with adenosquamous carcinoma of
the esophagus have been reported in the literature. Our case
is unique in that a young patient presented with advanced dis-
ease (AJCC stage IV, TAN3M1G3) and a fracture secondary
to metastatic disease to the hip.
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