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ABSTRACT

The paranasal sinuses are closely related to vital structures, and
therefore, rhinosinusitis may lead to various dangerous compli-
cations. Nasal chondromesenchymal hamartoma is a rare be-
nign lesion of the sinonasal tract in children and adolescents. We
report the case of a 15-year-old patient with antibiotic-refractory
acute sinusitis in whom a nasal tumor was identified and histo-
pathologically diagnosed as a hamartoma. Therefore, the tumor
was removed surgically to alleviate the patient’s symptoms. This
case highlights the necessity of investigating the underlying
cause if conventional treatment fails to resolve a mild disease
like acute sinusitis. To the best of our knowledge, this is the first
reported case of a chondro-osseous respiratory epithelial adeno-
matoid hamartoma presenting with acute sinusitis.
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INTRODUCTION:

Acute sinusitis can present with symptoms that
are related to the affected paranasal sinuses.
These include frontal headache, fever, and
fatigue; and may be accompanied by tenderness
over the medial part of the infraorbital margin.
Due to its close relation to many vital structures,
rhinosinusitis may give rise to various dangerous
complications [,

Patients whose condition worsens clinically or
fails to improve after 3-5 days of empiric
antimicrobial therapy with a first-line agent
should be evaluated for the possibility of having
resistant pathogens, a non-infectious etiology,

structural abnormality, or other causes of

treatment failure [,

Nasal chondromesenchymal hamartoma is a
rare benign lesion of the sinonasal tract in
children and adolescents. Commonly, it appears
as a nasal obstruction, an intranasal mass or
facial swelling in young infants and children, and
rarely in adults. Usually, it is benign and can be
cured by complete excision . Here, to the best
of our knowledge, we report the first case of a
patient with antibiotic-refractory acute sinusitis in
whom a nasal tumor was histopathologically
diagnosed as a chondro-osseous respiratory
epithelial adenomatoid hamartoma (COREAH).

Figure 1: Computed tomography (CT) and
surgery.

CSE PRESENTATION

A 15-year-old patient, without any important
medical antecedents, visited the emergency
department with facial pain and frontal lobe
headache that radiated to the right retro-orbital
region. Bilateral nasal obstruction was present,

magnetic resonance imaging (MRI) prior to

and rhinorrhea had evolved to mucopurulent
discharge in two weeks. The patient had

received oral antibiotic treatment with
cefuroxime without amelioration of the
symptoms.
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On physical examination, fever and a broadened
nasal bridge were observed. Eyelid edema was
not present, and ocular movements were
preserved. There were no signs of meningitis.
On nasal endoscopy, a pink and irregularly
shaped mass totally obstructing the right nostril
and left septal deviation were found. Laboratory
tests reported elevated white blood cell count
and C-reactive protein level.

Computed tomography (CT) and magnetic
resonance imaging (MRI) confirmed an
expansive mass in the right nostril with osseous
trabeculae and zones with a soft tissue density

between 24 and 44 UH. Near the right maxillary,
frontal and sphenoid sinuses, soft tissue opacity
with a density of 28 UH was also observed
(Figure 1).

The patient

was admitted for in-patient

management. Antibiotic therapy with ampicillin-
sulbactam, dexamethasone and analgesia were
administered. In addition, a biopsy was taken via
nasal endoscopy. The patient was discharged
after 48 hours when his condition improved, and
was asked to follow-up after the histopathology
report became available.

Figure 2: A, The pathological report indicated the presence of an adenoepithelial respiratory
hamartoma with chondro-osseous components. B, Macroscopically complete excision of the

tumor (Figure 2).

The patient returned to the emergency
department after 7 days with an intense frontal

headache, right retro-ocular pain, and fever of

39°C. The pathological report indicated the
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presence of an adenoepithelial respiratory
hamartoma with chondro-osseous components
(Figure 2).

Endoscopic resection of the lesion was

performed and completed using the Draf llib
to perform a

procedure. We were able

macroscopically complete excision of the tumor
(Figure 2). The patient was discharged 48 hours
after the procedure with a prescription of
antibiotic therapy. He did not have any orbital or
intracranial complications. He was regularly
followed-up for 2 years and there was no
recurrence of the lesion (Figure 3).

Figure 3: Postoperative Computed tomography (CT)

DISCUSSION: COREAHSs are rare and unique
lesions, which may belong to a spectrum of
hamartomatous lesions, extending from purely
epithelial hamartomas at one end to purely
mesenchymal hamartomas at the other 4,

COREAHs are different from other types of
hamartomas and have not shown a
predisposition to a particular age group or Sex.
Therefore, cases of 3- to 59-year-old patients
belonging to both sexes have been reported .

Patients with  COREAHs present with non-
specific symptoms, such as nasal obstruction,
nasal discharge, facial pain, and olfactory
impairment or loss.

Less frequent symptoms include proptosis,
enophtalmos or impaired eye movement,
intracranial invasion, and osseous erosion [,

To the best of our knowledge, this is the first
reported case where a patient with COREAH
presented with acute sinusitis.

The endoscopic examination showed a
unilateral, hard, pink, cerebriform lesion that had
displaced the nasal septum and was associated
with purulent rhinorrhea.

CT and MRI confirmed the presence of a large
mass. These modalities did not show the
characteristic findings because they vary

IJCR: https://escipub.com/international-journal-of-case-reports/ 4



Fausto Martinez et al., IJCR, 2021, 5:233

according to the main element of the

hamartoma.

Nevertheless, COREAHSs can be suspected if an
expansive mass of soft tissue with or without
calcifications but without osseous erosion or
intracranial extension is present. MRI shows a
hypo/isointense mass on T1 and a cerebriform
pattern on T2-weighted images .

In this case, the tumor originated from the
ethmoidal cells. Of the very few reported cases
so far, the tumor originated from the nasal cavity
in the majority whereas it originated from the
ethmoidal cells in only one case ¥

Nasal polyps, inverted papilloma, nasoethmoidal
encephalocele, nasal glioma, rhabdomyo-
sarcomas, lymphomas, and chondrosarcomas
can be considered as the differential diagnoses.

The chosen treatment was complete surgical
resection. For this, an endoscopic approach was
carried out with a maxillary antrostomy, anterior
and posterior ethmoidectomy completed using
the Draf llb procedure. Complete resection of the
lesion was achieved, which was curative in all
the cases reported in literature. Herein, once the
lesion was removed, the infectious process was
controlled with antibiotic therapy. Recurrence
was reported in one case which probably
occurred due to an initial incomplete resection ¥,

It is important to identify these lesions
preoperatively. Otherwise, the procedure may
result in either aggressive or incomplete
resection I,

CONCLUSION

COREAHs are benign sinonasal lesions that are
frequently diagnosed incidentally. They should
be considered as a differential diagnosis in all
age groups to avoid unnecessary or aggressive
treatment. Owing to this, in cases of complicated
acute sinusitis that do not respond to adequate
conventional treatment, it is necessary to
investigate a non-infectious etiology such as
structural abnormalities.
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