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Hypopharyngeal hamartomas are quite rare tumors
that may cause nutritional or respiratory problems in
neonates and infants. They may be confused with ot-
her benign laryngeal lesions. In this study a 7-month-
old infant with congenital stridor and positional
dyspnea caused by a hypopharyngeal hamartoma was

Introduction

Hamartomas are tumor-like masses that contain
mature tissue components occuring because of ab-
normal organization of cells that does not ensure
tissue integrity, and grow focally (1). Although
rare, hamartomas develop in the head and neck
region, sinonasal tract, nasopharynx, oral cavity,
oropharynx, larynx, hypopharynx, cervical esoph-
agus, ear, parotid gland, trachea, parathyroid gland,
and eye (2). Hypopharyngeal hamartomas are very
rare masses that present with asymptomatic or
feeding and respiratory problems in neonates or
infants. They can be pathologically confused with
other laryngeal benign lesions. Hamartomas are
usually adequately treated by excision via endola-
ryngeal microsurgery. However, open surgical in-
terventions are rarely required for large lesions (3).
Recurrence is generally observed because of inad-
equate excision, and even with these inadequate
excisions, the rate of recurrence is low. Prognosis is

highly good in completely excised lesions (2).

Case Presentation

A 7-month-old infant girl with congenital stridor
was admitted to our clinic. Her medical history
included respiratory distress that appeared with
positional changes. The infant was comfortable

reported with review of the literature. Hypopharyn-
geal hamartomas should be considered in the diffe-
rential diagnosis of pathologies that cause respiratory
or feeding problems in neonates or infants.
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in the supine position, but inspiratory stridor oc-
curred when she was in the prone position or left
lateral recumbent position. Oropharyngeal exam-
ination revealed a smooth-surfaced mass with a
vertical movement between the oropharynx and
hypopharynx. Flexible fiberoptic laryngeal exam-
ination showed a smooth-surfaced polypoid mass
that originated from the right posterior pharynge-
al wall in the hypopharynx (Figure 1). Magnetic
resonance imaging (MRI) revealed a smooth-sur-
faced lesion that was isointense with muscle tis-
sue and that extended to the epiglottic level at
the hypopharynx in the right side (Figure 2).
Endoscopic surgery under general anesthesia was
planned for the patient. The lesion was complete-
ly excised using a diode laser with 30-degree rigid
endoscope. The patient did not have any respirato-
ry problems after extubation and was discharged
from the hospital after being followed up in the
clinic for two days. Histopathological examination
revealed that polypoid lesion was covered by ma-
ture squamous epithelium and that it had adipose
tissue and smooth muscle cells at its core (Figure
3). No mitotic activity was observed in the tissue.
'The patient was followed up without any problem
for one year, and no recurrence was observed in the
control examinations performed using fiberoptic
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endoscopy (Figure 4). Written informed consent was obtained
from the parents of the patient to use patient’s data and figures
in this case report.

Discussion

Hamartomas are tumor-like benign formations that can be ob-
served in all body parts and that occur because of the abnormal
growth of tissue in an unusual amount and with an unusual mix-
ture of cells (4). While most hamartomas are mesenchymal ones
that do not include an epithelial tissue and that develop because
of an abnormal growth of the mesenchymal tissue, epitheli-
al-glandular hamartomas, which include a mixture of epithe-

Figure 1.'The mass originating from the right posterior pharyngeal wall lial and glandular components, are less frequently observed (5).

Hamartomas are generally painless and may exhibit a painless

Figure 2. a, b. (a) Axial section of MRI showing a well-circumscribed mass that is isointense with the muscle in the hypopharynx (white arrow)
(b) The mass is extending from the posterior pharyngeal region to the oropharynx in the sagittal section of MRI (white arrow)

Figure 3. a, b. (a) HE staining, panoramic view: there are many vascular structures that are covered by mature squamous epithelium and located
in the loose edematous connective tissue under the epithelium. In deeper regions, cartilage tissue, fat tissue, and salivary gland tissue, comprising
mucous glands, are observed as islets. (b) HE staining, 10X magnification; there are many vascular structures that are covered by mature
squamous epithelium and located in loose edematous connective tissue under the epithelium. In deeper regions, cartilage tissue, fat tissue, and
salivary gland tissue, comprising mucous glands, are observed as islets
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Figure 4. Postoperative endoscopic view of the larynx after one year

growth pattern. They are congenital, with a rate of 15%-20%,
and are usually diagnosed in the neonatal period (6). The associ-
ation between lesions and familial features or syndromes has not
yet been demonstrated (4). As a treatment approach, it is very
important to differentiate hamartomas that display a tumor-like
growth from structures that form cervical masses such as sarco-
ma, lipoma, hemangioma, neurofibroma, dermatofibroma, leio-
myoma, thabdomyoma, chondroma, and teratoma (4).

Laryngeal hamartomas may lead to feeding problems, develop-
mental delay, hoarseness, aspiration, and cyanotic spells by caus-
ing acute upper respiratory tract obstruction before being di-
agnosed (7). Similar to laryngeal hamartomas, hypopharyngeal
hamartomas are rarely observed. To date, spontaneous regres-
sion or malignant transformation has not been encountered in
hamartomas. Although the lesion shows a rapid growth pattern
at the beginning, the speed of growth decreases with increas-
ing age (8). Compared with other causes of neonatal dyspnea,
hypopharyngeal hamartomas are seldom the cause of dyspnea.
While hamartomas may be overlooked in some cases owing to
the absence of any symptoms, large-sized hamartomas can pres-
ent with life-threatening respiratory distress. Our case had po-
sitional dyspnea that occurred when the hamartoma closed the
glottis in the prone and left lateral recumbent positions.

Radiological examination techniques have an important role in
the establishment of a diagnosis. In particular, MRI is report-
edly useful in the diagnosis of hamartomas (6, 9). Histopatho-
logical and immunohistochemical examinations can be used for
supporting the diagnosis (9). Total surgical excision is the most
important technique for the treatment of these rarely observed
pathologies. Hamartomas have a highly good prognosis. The
rate of recurrence is very low, even in the case of an inadequate
excision (8).
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Conclusion

Hypopharyngeal hamartoma is a rarely observed soft tissue
mass that can cause respiratory distress in infants. Until the ap-
pearance of respiratory distress, hamartoma may be overlooked
and confused with feeding problems or other pathologies. En-
doscopic evaluation and radiological examinations, particular-
ly using MRI, are useful for diagnosis of hamartomas. For the
treatment, complete excision of the mass, preferably endoscop-
ically, is adequate.

Informed Consent: Written informed consent was obtained from the
parents of the patient who participated in this study.

Peer-review: Externally peer-reviewed.

Author Contributions: Concept - 1K, YU; Design - E§., C.O.N,;
Supervision - A.V., 1.K.; Resource - C.O.N,, F.S.; Materials - C.O.N.,
F.S.; Data Collection and/or Processing - C.O.N., E.S.; Analysis and/or
Interpretation - 1.K.; Literature Search - C.O.N., E.S.; Writing - 1K,
K.K.; Critical Reviews - K.K.,1.K., Y.U.

Conflict of Interest: No conflict of interest was declared by the authors.

Financial Disclosure: The authors declared that this study has re-
ceived no financial support.

References

1. Coftin CM, Dehner L, O'Shea P. Fibroblastic-myofibroblastic tu-
mors. Pediatric Soft Tissue Tumors Baltimore. MD: Williams and
Wilkins 1997; 133-78.

2. Rinaldo A, Mannara GM, Fisher C, Ferlito A. Hamartoma of the
larynx: a critical review of the literature. Ann Otol Rhinol Laryn-
gol 1998; 107: 264-7. [ CrossRef ]

3. Archer SM, Crockett DM, McGill TJ. Hamartoma of the larynx:
report of two cases and review of the literature. Int J Pediatr Oto-
rhinolaryngol 1988; 16: 237-43. [ CrossRef]

4. Dickey GE, Sotelo-Avila C. Fibrous hamartoma of infancy: cur-
rent review. Pediatr Dev Pathol 1999; 2: 236-43. [ CrossRef |

5. Enzinger FM, Weiss SW. Fibrous tumor of infancy and child-
hood: Soft Tissue Tumors. 3rd ed. St Louis, MO: Mosby-Year
Book, 1995: 231-68.

6. Carretto E, Dall'Igna P, Alaggio R, Siracusa F, Granata C, Ferrari A,
et al. Fibrous hamartoma of infancy: an Italian multi-institutional
experience. ] Am Acad Dermatol 2006; 54: 800-3. [CrossRef ]

7. Kslal FM, Acar M, Acar B, Karahan F. Laryngeal fibrous hamar-
toma presenting with airway obstruction at birth. ] Craniofac Surg
2013; 24: €383-4. [ CrossRef |

8. Taskin E, Kilic M, Ozercan IH, Yimaz E, Varol I, Aygiin AD.
Fibrous hamartoma of infancy: a case report. Cocuk Saglg: ve
Hastaliklar1 Dergisi 2004; 47: 277-9.

9. Oztiirk H, Yilmaz F, Hilya O, Karaarslan K. Fibrous hamartoma
of infancy: An immunohistopatologic study. Diizce Universitesi

Tip Fakiltesi Dergisi 2007; 2: 34-6.


https://doi.org/10.1177/000348949810700314
https://doi.org/10.1016/0165-5876(88)90035-3
https://doi.org/10.1007/s100249900119
https://doi.org/10.1016/j.jaad.2005.11.1076
https://doi.org/10.1097/SCS.0b013e31829031fd

