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Abstract

Most hypopharyngeal disease presentations involve tu-
mours or growths of various cellular origin. These lesions
may include choristomas, hamartomas, hyperplasia, and
harmless or dangerous neoplasms. A hamartoma is a
benign focal malformation of tissue at the site of origin
that lacks specific distinguishing features and is often
designated as a neoplasm without consideration of pa-
thology or biological behaviour. Here, we discuss the case
of a 56-year-old man who presented with gradual
dysphagia for 4 months along with sleep apnoea and
voice changes. No palpable neck masses or abnormal
lymphadenopathy was found. A left-sided homogeneous
cyst-like mass was seen in the piriform fossa on laryn-
goscopy. The vocal cords were visualized and mobile. A
contrast-enhanced computed tomography scan showed
the obliteration of the piriform sinus on the left side by a
faintly enhanced heterogeneous soft tissue lesion. The
lesion originated from the left aryepiglottic fold, and was
approached via micro-laryngoscopy and excised. Histo-
pathological analysis led to a diagnosis of lipomatous
hamartoma.
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Introduction

Hamartomas are tumour-like malformations composed
of tissue elements specific to the organs in which they occur.
The word hamartoma is derived from “hamartia,” meaning
error, and it indicates a defect and local developmental dis-
order rather than a true neoplasm.1

Head and neck hamartomas are rare but have been found
in the sinuses, nasopharynx, oral cavity, oropharynx, larynx,
hypopharynx, cervical oesophagus, ears, parotid glands,
trachea, parathyroid glands, and eyes. Hypopharyngeal
hamartomas are extremely rare lesions, with very few cases
documented in the medical literature. Additionally, their pa-
thology is not well explained, or histological documentation is
lacking.” Patterson et al. have reported the first histologically
confirmed hamartoma of the hypopharynx in the English
literature.'

Head and neck hamartomas can markedly differ in
appearance depending on their location. However, laryngeal
and pharyngeal hamartomas may be detected incidentally in
asymptomatic patients, or may cause dysphagia, hoarseness
of voice, and stridor when large.3

The management of head and neck hamartomas depends
on their location. However, hypopharyngeal hamartomas are
usually adequately treated through excision via micro-
laryngoscopy. Open surgery is rarely required for large le-
sions.” The prognosis for completely resected lesions is very
good.2 However, relapses are common, owing to inadequate
resection. Even with inadequate resection, the recurrence
rate is low.

Hamartomas of the hypopharynx are very rare. To better
understand this disease, we report a case of hypopharyngeal
hamartoma in a S56-year-old man who presented with
dysphagia, changes in voice, and apnoea. The case is note-
worthy because a provisional preoperative diagnosis could
be made only through imaging, and led us to proceed with
surgery through a conservative transoral route rather than
an external approach.

A

Figure 2: Magnetic resonance imaging with contrast of the left
piriform fossa, showing a hypointense T2 signal with intense post-
contrast enhancement.

Case presentation

A 56-year-old man who was an ex-smoker with a history
of diabetes mellitus presented to our clinic with dysphagia to
solid foods that had gradually increased in the prior 4
months. The dysphagia was accompanied by changes in
voice, difficulty in breathing, and apnoea that was more
prominent when the patient lay on his right side; he was more
comfortable when lying on his left side or back. The patient
underwent a thorough clinical examination, and a flexible
fibre optic laryngeal examination indicated a smooth-
surfaced polypoid mass originating from the left piriform
fossa in the hypopharynx. His vocal cords were visualized
and mobile.

Figure 1: Computed tomography scan with contrast, showing obliteration of the piriform sinus on the left side with a faintly enhanced

heterogeneous soft tissue lesion.
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A computed tomography scan with contrast showed
obliteration of the piriform sinus on the left side by a faintly
enhanced heterogeneous soft tissue lesion measuring
2.5 x 2.4 x 1.2 cm in craniocaudal view, on the basis of
transverse and anterior-posterior diameters (Figure 1). There
was no suspicion of associated lymphadenopathy. On
magnetic resonance imaging with contrast, the left piriform
fossa showed isointense T1 signal and hypointense T2
signal with intense post-contrast enhancement measuring
approximately 2.4 x 2.5 x 1.3 cm in its largest dimensions
(Figure 2).

The patient underwent micro-laryngeal surgery to excise
the left piriform fossa mass under general anaesthesia, and
specimens were sent for microscopic analysis. Histological
examination showed a non-encapsulated lesion measuring
1 cm in its largest dimension, formed from a mixture of
mature fatty tissue, fibrous tissue, and benign lymphoid tis-
sue, with formation of lymphoid follicles within germinal
centres. On the basis of the microscopic findings, a diagnosis
of lipomatous hamartoma was made (Figure 3).

The patient improved after surgery. In the next follow-up
visit after 6 months, the patient presented with a foreign
body sensation in his throat and recurrent voice changes. On
examination, there was no palpable mass in the neck. Repeat
laryngoscopy showed mobile vocal cords and a left piriform
cystic swelling prolapsing on the glottis (left false vocal cord
mass). A second surgery was performed, and the mass was
excised completely and was found to measure almost 5 cm in
the largest dimension. Four months later, the patient
appeared to be doing well and reported no changes in voice,
dysphagia, or difficulty in breathing. Laryngoscopy

A

Figure 4: The surgical specimen, showing a non-encapsulated
lesion measuring 2 X 2 x 3 cm, formed from a mixture of
mature fatty tissue, fibrous tissue, and benign lymphoid tissue.

examination indicated a normal-looking hypopharynx and
larynx. Three years later, he presented again with the same
prior complaint of a foreign body sensation in his throat and

Figure 3: Microscopic features of our case of lipomatous hamartoma. (A): Polypoidal mass (panoramic view, formed by a mixture of
mature fatty tissue, fibrous tissue, and benign lymphoid tissue forming lymphoid follicles with germinal centres in areas. (B, C, D):

Haematoxylin and eosin staining at 10x magnification.
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voice changes. On examination with laryngoscopy, a recur-
rent left-sided mass was seen in the piriform fossa; the rest of
the examination was unremarkable. A third surgery was
performed, and the recurrent left piriform fossa mass was
excised. Its microscopic characteristics were similar to those
of the previous specimens. The mass measured approxi-
mately 3 cm and was excised completely. The gross surgical
specimen is shown in Figure 4.

Discussion

We present a rare case of lipomatous hamartoma in a 56-
year-old man with complaints of dysphagia and dyspnoea
due to a piriform fossa mass, as confirmed by histopathology
findings. Hamartoma of the hypopharynx is an extremely rare,
non-malignant non-neoplastic tumour: only ten cases with
published histology have been reported in children and adults
in the literature.> Although some hamartomas may be
overlooked because of an absence of any symptoms, large
hamartomas can cause life-threatening respiratory distress.
Our patient had positional dyspnoea when the hamartoma
closed the glottis in the right lateral recumbent positions. Other
clinical signs and symptoms can include choking, wheezing, or
inspiratory stridor. Swallowing-associated symptoms can
include dysphagia and foreign body sensation during swal-
lowing. 1 Our case presented a mucosal fold causing a foreign
body sensation in the throat with mild dysphagia.

Several investigative modalities are used to examine tu-
mours in the larynx. Although clinical examination is usually
performed first, it can be limited by the position and size of
the mass. Laryngoscopy can aid in examination of lesions.
Simple radiography is less helpful in characterizing lesions
but may show a lobulated mass in as many as 50% of pa-
tients. ' Radiological studies, such as computed tomography
or magnetic resonance imaging with contrast, can aid in
diagnosis of most hamartoma and eliminate the need for
prior lesion biopsy.g‘”

Lipomatous hamartoma in the hypopharynx has been
found to have better prognosis than hamartomas in other
parts of the body.12 Recommendations for management of
hypopharyngeal masses vary depending on their
histopathology and sizes. In the case of a non-neoplastic
mass, as in our case, patients can be placed under observa-
tion, or surgical excision can be performed, depending on
patient performance. In the case of surgical excision, clear
margins are important to minimize any chance of recur-
rence'” but might not be present in every case because of the
location of the particular hamartoma. However, in our case,
although the hamartoma was easily approached and excised
through micro-laryngoscopy, relapse occurred, probably
because of incomplete tumour resection. Recurrence rates
have not been well described in the worldwide literature to
date, particularly for hypopharyngeal hamartoma. However,
20% of partial resection of cases of laryngeal hamartoma
have been estimated to relapse.]4 Thus, regular follow-up
with laryngoscopy in clinical settings should be arranged to
detect any recurrence.

Notably, our patient had diabetes and was an ex-smoker.
Nevertheless, owing to a lack of data, we found no associa-
tion between diabetes or former smoking and head and neck
hamartomas recurrence. Our patient underwent three sur-

geries within 5 years of presentation and recovered
completely after each surgery. Recurrence of lipomatous
hamartoma was suspected when he presented again with
changes in voice and a globus sensation in the throat.

In our case, advances in imaging techniques allowed us to
establish a preliminary diagnosis that led us to proceed
transorally rather than following a more aggressive approach
via lateral pharyngotomy, as described by Patterson et al.'
Hamartomas of the hypopharynx, although not considered
high in the differential diagnosis of dysphagia, should
nevertheless be kept in mind during detailed clinical and
radiological work-up.g

Conclusion

We report a unique case of a lipomatous hamartoma in
the hypopharyngeal space that presented with dysphagia and
dyspnoea. Advances in imaging techniques allowed us to
establish a preliminary diagnosis and eliminate the need for a
prior lesion biopsy. Histopathological studies confirmed the
diagnosis. Subsequent follow-up and vigilance are necessary
in such cases because of their rare nature and the importance
of the location of occurrence. Inadequate resection and
recurrence are common, but the likelihood of a complete
recovery after recurrence is high.

Source of funding

This research did not receive any specific grant from
funding agencies in the public, commercial, or not-for-profit
sectors.

Conflict of interest

The authors have no conflict of interest to declare.

Ethical approval

Ethics approval was exempted by the institutional review
board of King Abdullah International Medical Research
Center (KAIMRC), Riyadh, KSA. [Date of approval 1
October 2019, reference number IRBC/1692/19].The need
for informed consent was waived, because no information
identifying an individual person was included.

Consent

The need for informed consent was waived, because no
information identifying an individual person was included.

Authors contributions

KAA and BAA wrote initial draft of the article. AAA
conceptualized the work, supervised, and wrote the final draft
of the article. ALK contributed to the histopathology
description. MAA contributed supervision, revised the
article, and approved the final version. All authors have read
and approved the final manuscript. All authors have critically
reviewed and approved the final draft and are responsible for
the content and similarity index of the manuscript.



136

Hypopharyngeal lipomatous hamartoma in piriform fossa

References

. Patterson HC, Dickerson GR, Pilch BZ, Bentkover SH.
Hamartoma of the hypopharynx. Arch Otolaryngol 1981; 107:
767—772. https://doi.org/10.1001/archotol. 1981.00790480043012.

. Rinaldo A, Mannara GM, Fisher C, Ferlito A. Hamartoma of
the larynx: a critical review of the literature. Ann Otol Rhinol
Laryngol 1998; 107: 264—267. https://doi.org/10.1177/
000348949810700314.

. Arunkumar JS, Garag SS, Anchan SV, Muhammed Ahsan YM.
Hamartoma of pyriform sinus presenting as dysphagia. J Dig
Endosc 2014; 51 83—85. https://doi.org/10.4103/0976-
5042.144837.

. Archer SM, Crockett DM, McGill TJ. Hamartoma of the lar-
ynx: report of two cases and review of the literature. Int J
Pediatr Otorhinolaryngol 1988; 16: 237—243. https://doi.org/
10.1016/0165-5876(88)90035-3.

. Ferlito A, Rinaldo A. Development lesion of the head and neck.

In: Barnes L, editor. Surgical pathology of the head and neck.

2nd ed., vol. 3. New York, NY: Marcel Dekker; 2000.

pp. 1649—1670.

. Millas-Goémez T, Benito-Orejas JI, Morais-Pérez D, Fernandez-

Salazar L, Alvarez-Quinones Sanz M. Polipo hamartomatoso

de la hipofaringe [Hamartomatous polyp of the hypopharynx].

Acta Otorrinolaringol Esp 2011; 62(6): 472—474. https://doi.org/

10.1016/j.0torri.2010.10.006.

. Bakir S, Kelekgi S, Yorgancilar A, Giin R, Miroglu B, Ayral M.

A neonate with dyspnea. Turk Arch Pediatr 2011; 46(1): 93—95.

https://doi.org/10.4274/tpa.46.18.

. Ketenci I, Nursagan CO, Kékoglu K, Vural A, San F, Unlii Y.

A rare cause of positional dyspnea: hypopharyngeal

10.

12.

14.

hamartoma. Turk Arch Otolaryngol 2017; 55(3): 148—150.
https://doi.org/10.5152/ta0.2017.2211.

. Kochar HS, Garg R, Sikka K, et al. Lipomatous hypophar-

yngeal hamartoma presenting with sudden and absolute
dysphagia. Indian J Otolaryngol Head Neck Surg 2009. htips://
doi.org/10.1007/s12070-009-0006-8.

Lopes S, Vide J, Moreira E, Azevedo F. Cowden syndrome:
clinical case and a brief review. Dermatol Online J 2017; 23.
https://doi.org/10.5070/D3238036002. 13030/qt0023k3x0.

. Burt AM, Huang BK. Imaging review of lipomatous muscu-

loskeletal lesions. SICOT J 2017; 3: 34. https://doi.org/10.1051/
sicotj/2017015.

McQueen C, Montgomery E, Dufour B, Olney M, Illei P. Giant
hypopharyngeal atypical lipomatous tumor. Adv Anat Pathol 2010;
17: 38—41. https://doi.org/10.1097/PAP.0b013e3181bb6b35.

. Lakshminarayanan R, Konia T, Welborn J. Fibrous hamar-

toma of infancy: a case report with associated cytogenetic
findings. Arch Pathol Lab Med 2005 Apr; 129(4): 520—522.
https://doi.org/10.5858/2005-129-520-fhoiac.

Satpathy A, Dasgupta A, Dutta C, Mohan NV. Recurrent
Laryngeal Hamartoma—an unusual cause of apneic spells: case
report and review of literature. Int J Head Neck Surg 2021;
12(2): 83—85. https://doi.org/10.5005/jp-journals-10001-1415.

How to cite this article: Alsalem AA, Alessa MA, Alma-
nea KA, Almanea BA, Khan A. Hypopharyngeal lipo-
matous hamartoma in piriform fossa: A case report and
review of literature. J Taibah Univ Med Sc
2023;18(1):132—136.



https://doi.org/10.1001/archotol.1981.00790480043012
https://doi.org/10.1177/000348949810700314
https://doi.org/10.1177/000348949810700314
https://doi.org/10.4103/0976-5042.144837
https://doi.org/10.4103/0976-5042.144837
https://doi.org/10.1016/0165-5876(88)90035-3
https://doi.org/10.1016/0165-5876(88)90035-3
http://refhub.elsevier.com/S1658-3612(22)00164-0/sref5
http://refhub.elsevier.com/S1658-3612(22)00164-0/sref5
http://refhub.elsevier.com/S1658-3612(22)00164-0/sref5
http://refhub.elsevier.com/S1658-3612(22)00164-0/sref5
http://refhub.elsevier.com/S1658-3612(22)00164-0/sref5
https://doi.org/10.1016/j.otorri.2010.10.006
https://doi.org/10.1016/j.otorri.2010.10.006
https://doi.org/10.4274/tpa.46.18
https://doi.org/10.5152/tao.2017.2211
https://doi.org/10.1007/s12070-009-0006-8
https://doi.org/10.1007/s12070-009-0006-8
https://doi.org/10.5070/D3238036002
https://doi.org/10.1051/sicotj/2017015
https://doi.org/10.1051/sicotj/2017015
https://doi.org/10.1097/PAP.0b013e3181bb6b35
https://doi.org/10.5858/2005-129-520-fhoiac
https://doi.org/10.5005/jp-journals-10001-1415

	Hypopharyngeal lipomatous hamartoma in piriform fossa: A case report and review of literature
	Introduction
	Case presentation
	Discussion
	Conclusion
	Source of funding
	Conflict of interest
	Ethical approval
	Consent
	Authors contributions
	References


