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Abstract

The hamartoma is a benign rare tumor constituted by a mixture of tissue. It is very unusual in the nasal cavity.
The objective of the study is to describe an unusual case of bilateral nasal hamartoma. We report a 52-year-old male patient with a bilateral
paranasal hamartoma of the ethmoid and maxillary sinus. Functional endoscopic sinus surgery was performed to completely remove the

masses.

The reported localization is unusual because the most common site in the nose is the posterior septum. Although hamartoma arising from
the rhino sinusal region is very rare, head and neck surgeons must know this entity in order to differentiate it from inverted papilloma and
adenocarcinoma. Misinterpretation of this lesion may result in aggressive surgery for a benign lesion.

© 2007 Elsevier Ireland Ltd. All rights reserved.
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1. Introduction

Hamartomas can be defined as non-neoplastic malforma-
tion or inborn errors of tissue development constituted by a
mixture of tissue [1]. They have no capacity of continuous
growth and their proliferation could be considered self-
limiting. They can be sited in any part of the body,
commonly originating from the lung, kidney, liver, spleen
and intestine but rarely in the upper aero digestive tract.

Respiratory epithelial hamartomas, firstly described by
Wenig and Heffner in 1995, are rare and take origin from the
rhino sinusal epithelium. While the most common site is the
nose and nasopharynx, paranasal involvement is quite rare.
In particular, approximately 70% of nasal hamartomas occur
in the posterior nasal septum [2].

Histologically, these lesions are characterized by a
prominent glandular proliferation lined by ciliated respira-
tory epithelium originating from the surface epithelium. The
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differential diagnosis of hamartomas includes primary
schneiderian papillomas of the inverted type, adenocarci-
nomas, secondary hemangiomas, gliomas, dermoids, squa-
mous cell carcinomas, olfactory neuroblastomas, and
lymphomas.

There are no instances of recurrence or persistence or
progressive disease in literature.

This tumor has no tendency to regress spontaneously, so
the complete local surgical excision by means of a functional
endoscopic approach is the treatment of choice for this
lesion [3].

In this paper we describe a case of a bilateral rhino sinusal
hamartoma.

2. Case report

A 52-year-old smoker Italian man presented at our
observation with a bilateral nasal obstruction, anterior nasal
discharge, hyposmia, and headache and facial pain. Physical
examination showed polypoid masses in both nasal cavities.
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Fig. 1. Axial (A) and coronal (B) CT scan of the skull showing a bilateral
nasal homogeneous mass occupying the ethmoid and the ostiomeatal
complex bilaterally.

Axial and coronal CT scan showed the presence in the
right and left nasal cavity of a mass causing ostiomeatal
complex obstruction (Fig. 1A and B). Ethmoid sinus
opacification was associated. At the endoscopic observation
the masses were neither attached to the septum, nasal
vestibule nor floor and nasopharynx. The nasal masses were
removed endoscopically under general anesthesia perform-
ing a bilateral ethmoidectomy and antrostomy. The excised
masses were elastic and hard with a smooth surface, and an
aedematous appearance. Histological examination revealed
numerous branching glands filled with abundant mucus and
embedded in aedematous or collagenized stroma. Ciliated
respiratory cells with extensive mucous metaplasia com-
posed the glandular epithelium. A moderate to scanty
inflammatory infiltrate with a prevalent eosinophilic
component was detected throughout the stroma and within
epithelial cells. A diagnosis of bilateral respiratory epithelial
adenomatoid hamartoma was rendered (Fig. 2).

The patient’s postoperative course was uneventful. He is
well and without any sign of local recurrence at a 12 months
follow-up evaluation.

3. Discussion

Hamartoma of the nasal cavity is rare and its common site
is the nasal septum, in the posterior area or anterior

Fig. 2. (A) Branching glands with extensive mucous metaplasia embedded
in aedematous stroma. Note the continuity between glandular and surface
epithelium (H&E, original magnification 40x). (B) Respiratory cells with
luminal cilia intermingled with mucous goblet cells. Scattered eosinophils
are evident in the stroma and within the glandular epithelium (H&E, original
magnification 100x).

nasopharynx [4]. Although paranasal involvement is quite
rare, recently different cases have been reported in literature.
Wenig and Heffner described 31 cases of nasal hamartoma:
22 in the nasal cavity, 3 in the nasopharynx, 1 in the ethmoid
and finally only 1 in both ethmoid and frontal sinuses.
Kessler and Unterman [5] and Himi et al. [6] reported two
cases of unilateral hamartoma in the maxillary sinus
associated with an inflammatory polyp of the ethmoid in
the second case. On the other hand, Malinvaud et al.
described a unilateral ethmoidal hamartoma in a man [7].
Finally, Terris et al. in a child reported a similar nasosinusal
unilateral localization [8].

Our patient differs from the previous described cases of
nasosinusal hamartomas, because of the bilateral localiza-
tion of the tumor in the ethmoid and maxillary sinuses.

The mechanisms responsible of the occurrence of
hamartomas are still unknown and it has been speculated
that they could be induced by inflammatory process [2]. The
frequent association with the polyposis [9,10] supports this
hypothesis. The association of hamartoma and chronic rhino
sinusitis without polyps characterizes our case. This is the
reason why in our opinion, it seems more likely for
hamartoma to induce a chronic inflammatory condition
which favorites the development of inflammatory polyps.
Moreover, congenital nature of this tumor cannot be justified
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with an inflammatory hypothesis. In fact, hamartomas are
considered as a malformation or congenital errors of tissue
development, characterized by an abnormal mixture of
tissue indigenous to that area of the body, but with an excess
of one or more tissue types [8]. An alternative possible
explanation for this association is that some ‘“‘hamartoma-
tous™ lesions represent inflammatory polyps with exuberant
hyperplasia of the epithelium.

This report stresses the importance to be aware of a
possible unusual localization of hamartomas in the paranasal
cavity, in order to distinguish them from papillomas and
adenocarcinomas to avoid useless and destructive surgery.
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