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Abstract. Respiratory epithelial adenomatoid hamartoma (REAH) of the nasopharynx with high 18F-FDG uptake on
PET/CT. Respiratory epithelial adenomatoid hamartoma (REAH) is a rare benign non-neoplastic sinonasal lesion that
usually presents in the nasal cavity, paranasal sinuses, or olfactory cleft. We report a case of nasopharynx REAH
mimicking a malignant tumour with incidental high 18-FDG uptake in a patient with colon cancer. Less than five similar
cases have been reported to date, and this is the first case of REAH to show high uptake on PET/CT scans. Although
hamartoma arising from the nasopharynx region is very rare, it should be considered in the differential diagnosis because

it is a benign lesion and complete surgical resection is curative.

Introduction

Hamartoma can be defined as a non-neoplastic
malformation or inborn error of tissue development
constituted by a mixture of tissue. Hamartomas can
occur in any area of the body, with a predilection
for the lung, kidney, and intestine. Respiratory
epithelial adenomatoid hamartomas (REAHs) are
rare and most often of the pure epithelial type first
described by Wenig and Heffner in 1995.! REAHs
usually arise from the posterior nasal septum,
paranasal sinuses,andrarely fromthe nasopharynx.'?
REAHSs have the potential to produce a mass of
disorganized cells that can often mimic neoplasms.
We present a case of REAH in the nasopharynx that
was diagnosed incidentally in a patient with colon
cancer after high 18F-FDG uptake on a PET-CT
scan.

Case

A 47-year-old male smoker with a history of colon
cancer was referred to our department for disease
staging due to high 18F-FDG uptake in the
nasopharynx on PET/CT (SUVmax: 11.2). The
patient was asymptomatic and had no history of
any other sinonasal disease. PET-CT revealed a
mass in the nasopharynx that partially obliterated
the airway. Endoscopic evaluation demonstrated
an irregular polypoid structure on the posterior
nasopharyngeal wall. Endoscopic examination

revealed no evidence of nasal polyp or papillomas.
A primary nasopharyngeal cancer was suspected
due to the examination and PET-CT uptake
(Figure 1). Therefore, biopsy specimens were taken
endoscopically from the nasopharynx. The
histopathological diagnosis was consistent with
REAH. Histopathological examination revealed
that subepithelial glands proliferated in continuity
with the overlying epithelium. The stroma was well
vascularized, edematous, and contained scattered
chronic inflammatory cells with a prevalent
eosinophilic component. The glands were lined
by ciliated respiratory epithelium of various sizes,
and separated by stromal tissue, characteristic of
the diagnosis of REAH (Figure 2). Pathologists
confirmed the lack of evidence of diseases such as
inflammatory polyp, inverted papilloma, squamous
cell or adenocarcinoma of the nasopharynx.
Excision was performed under general anesthesia
through the nasal endoscope using a bipolar suction
forceps and rotation suction knife (shaver). Because
of the irregularity of the tumour, en bloc resection
of the specimen could not be performed. Follow-up
at 12 months has not shown evidence of disease
recurrence.

Discussion
Hamartomas are caused by errors in tissue

development and can grow from any tissue in the
body, including surface epithelium, seromucinous
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glands, fibrous stroma, or vessels.? Hamartomas
can occur at any body site, but they are most
commonly encountered in the lungs, liver, spleen,
kidneys, and intestines.

Wenig and Heffner first described respiratory
epithelial hamartomas in 1995, including 31 cases
with symptoms at presentation: facial pressure,
facial pain, nasal congestion, headaches, and
hyposmia. The most common site of occurrence
was the nasal septum, and paranasal involvement
was quite rare.! Vira et al? described 54 cases,
which is the largest series described to date, and
suggested REAH predominance within the sinus
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Figure 1
Axial PET/CT images showing a polypoid mass in the
nasopharynx (SUVmax 11.2) that mimics nasopharyngeal
carcinoma (NPC).

contents rather than the nasal cavity (85% of
54 patients). Nasopharyngeal occurrence is ex-
tremely rare, and less than five cases have been
reported in the literature to date.'”

The characteristic glandular components consist
of respiratory epithelium originating from the
surface epithelium with an absence of seromucous
glands (Figure 2); the polypoid growth results
from the respiratory epithelia-lined adenomatoid
proliferation.! REAH must be differentiated from
other diseases, especially malignant tumours, and
includes inflammatory polyp, inverted papilloma,
low grade adenocarcinoma in the sinonasal tract,
and nasopharyngeal carcinoma (NPC). Histopatho-
logical examination of the tissue can differentiate
between these different disease entities. Malig-
nancies demonstrate some degree of cellular atypia,
pleomorphism, and increased mitotic index, which
are not present in REAH and lymphoid hyperplasia.

Two clinical types of REAH in the nasal cavity
have been described previously,’ solitary pseudo-
tumoural lesions confined to the olfactory cleft and
lesions that frequently occur in the ethmoid region
are associated with nasal polyposis. Most REAH
lesions in the olfactory clefts have been suggested
to regress after the excision of nasal polyposis or to
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exist in the olfactory region as small non-growing
benign tumours for years, as long as nasal polyposis
inflammation is under control

REAH has no characteristic appearance or
specific signal intensity on CT or magnetic
resonance imaging that distinguishes it from other
pathologies.? Many reports in the literature indicate
that the standardized uptake value (SUV) on
18F-FDG PET/CT is an important diagnostic and
prognostic factor for head and neck malignancy.®’
PET/CT findings for 56 patients with nasopharyngeal
carcinoma were reviewed and the median SUVmax
value determined (12.2, range 2.9-31.2) by Sheng-
Chieh Chan et al® The SUVmax value for our
patient was 11.2, and the PET/CT images presented
a bulky symmetric nasopharyngeal mass with
marked homogeneity and no invasion into the deep
structures. This case is the first to show high uptake
in REAH on PET/CT, but no characteristic features
were present on PET/CT that would be consistent
with differentiating REAH from other nasopharyn-
geal malignancies.
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Figure 2
A. Proliferated glands lined with ciliated respiratory epithelium.
No evidience is present for atypia or metaplasia (H&E, x20).
B. High power view of the same glands. The cells contain
prominent mucin in their cytoplasma (H&E, x40).
C. Immunohistochemistry showing that the basal lining of the
cells is p63-positive (H&E, x40).

The amount of FDG uptake on PET/CT is not a
decisive indicator of malignancy because moderate
to extremely intense (SUVmax: 5 to 40) uptake is
seen with benign sinonasal papillomas. The degree
of uptake cannot reliably differentiate between
squamous cell carcinoma and benign papilloma,
even when intense uptake is present.” REAHs may
have the same uptake characteristics as sinonasal
papillomas. However, more REAH patients with
high PET scan uptake are needed to confirm this
hypothesis.

Endoscopic biopsy and pathological examination
should be performed on nasopharyngeal masses in
adults in order to make the differential diagnosis. In
this case, REAH was successfully treated by a
minimally invasive endonasal endoscopic approach
and complete removal of the lesion from the
nasopharynx without any morbidity because it was
small and non-invasive. Because hamartomas do
not have malignant potential, conservative surgery
may be curative.

As a result, metabolic imaging with FDG-PET
plays an important role in the management of
oncological disease. However, false positive or
negative FDG uptake should be excluded by
physical and histopathological examination in a
systematic manner. PET/CT is useful not only for
cancer diagnosis and staging, but also for the
detection and follow-up of other diseases.
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