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Introduction

Hamartomas are congenital tumor-like malformations that 
contain a range of heterogeneous structures (1). Esophageal 
hamartomas are rare and account for approximately 6% of 
large resected hypopharyngeal and esophageal polyps (2).  
Esophageal chondromatous hamartomas, which are 
histologically composed of nodules of proliferating hyaline 
cartilage and spindle cells, are very rare (3). Only several 
studies have reported that esophageal hamartomas were 
chondromatous or contained cartilaginous (4-9) or bony 
tissue (10,11). We herein present a very rare case of an 
elderly women with a chondromatous hamartoma in the 
cervical esophagus.

A literature review was conducted using the PubMed 
database (up to August 2016). The search terms “esophageal 
hamartoma” (71 studies) and “chondromatous hamartoma” 
(102 studies) were used in the search process. The 
references in the relevant articles and reviews were also 

scanned for potentially eligible studies.

Case presentation

A 64-year-old woman who had a progressive foreign body 
sensation in the laryngopharynx for 3 years was admitted 
to our department. She denied dysphagia, nausea and 
vomiting, anorexia, weight loss, belching and acid reflux, 
chest pain, and hemoptysis. The patient had a history 
of hypertension, and she was receiving antihypertensive 
treatment. An echocardiogram indicated mild regurgitation 
in the aortic, mitral, and tricuspid valves, left ventricular 
diastolic dysfunction, and arrhythmia. Tumor markers and 
other blood tests showed no abnormalities. The patient had 
no other significant medical background or family history. A 
barium test revealed a stricture in the upper esophagus for 
approximately 2.5 vertebral bodies (Figure 1A). Computed 
tomography  (CT) and enhanced CT scans suggested 
a 2.5-cm soft-tissue mass in the upper esophagus with 
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inhomogeneous mild enhancement and no obvious lymph 
node enlargement (Figure 1B). The patient underwent 
endoscopic ultrasonography (EUS), which revealed a giant 
bulging lesions in the upper esophagus with smooth surface 
mucosa. The lesion presented with inhomogeneous low-
echo areas and multiple high-echo points (Figure 1C,D).  
EUS-guided fine-needle aspiration (EUS-FNA) was 
conducted and the pathology report suggested that the 
lesion consisted of small pieces of cartilaginous tissue. 
The multidisciplinary team (MDT) devised a further 
treatment plan, and the patient underwent trans-cervical 
esophagectomy after comprehensive evaluation (Figure 2A). 
The patient was placed in a supine position, and general 
endotracheal anesthesia was induced without complications. 
The neck was then prepared and draped in the usual 
sterile fashion. A 15-cm U-shaped incision was made, and 
the platysma was incised to free the upper esophagus. A 
longitudinal myotomy was performed, and an intraluminal 

hard mass was exposed without breaking through the 
mucosa. A 4.5 cm × 2 cm × 2 cm intraluminal pedicled 
mass was resected (Figure 2B). The incision was sutured 
layer by layer with 4-0 non-invasive sutures and a negative-
pressure drainage ball was placed. An intraoperative biopsy 
revealed it a cervical esophageal chondromatous hamartoma 
composed of cartilage cells (Figure 3). The patient was 
stable after surgery, had no obvious complications and was 
discharged 12 days later. She was regularly followed up 
for 4 months and had no recurrence of the foreign body 
sensation.

Discussion 

Esophageal hamartoma, which was first described in 
1963, is rare (12). To the best of our knowledge, twenty 
studies with twenty esophageal hamartoma cases (1,4-22)  
have been reported and eight of these studies described 

A B

C D

Figure 1 Imaging findings suggest stricture in upper esophagus for approximately 2.5 vertebral bodies. (A) Barium test image; (B) CT 
image; (C,D) endoscopic ultrasonography suggests prominent lesions and heterogeneous hypoechoic of mass.
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Figure 2 Intraoperative findings. (A) Cervical incision to reveal mass; (B) gross appearance of resected mass (4.5 cm × 2 cm× 2 cm).

A B

Figure 3 Biopsy results. Chondromatous hamartoma comprised nodules of proliferating hyaline cartilage admixed with areas of spindle cells 
associated with woven bone. (A,B) Low magnification (50×); (C) medium magnification (100×); (D) high magnification (400×).
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nine cases (4-11) of esophageal chondromatous hamartomas 
or that contained cartilaginous or bony tissue. Four 
cases (4,6,8,10,11) were cervical or upper esophagus 
hamartomas [Halfhide et al. (10) and Ginai et al. (11) 
reported the same case], and five cases (5,7,9,13) were in 
distal or lower esophagus [one (9) was in Chinese, Table 1].  
Several other studies (23-32) also reported congenital 
esophageal stenosis caused by tracheobronchial remnants. 
Generally, most chondromatous hamartomas are located 
in the lung parenchyma (33), and although this type of 
tumor is very rare in the esophagus, it is the most common 
benign lung tumor and third most common pulmonary 
nodule (34). Esophageal chondromatous hamartomas are 
very rare in terms of both their anatomical location and 
their pathological components. In this case, the clinical 
manifestation and auxiliary examination were not specific, 
and EUS-FNA played an important role in preoperative 
diagnosis of the hamartoma. Xu et al. (19) reported that 
EUS was superior to other imaging techniques, including 
barium esophagogram, contrast-enhanced CT image and 
conventional gastroscopy, in the diagnosis and treatment 
of hamartoma. Indeed, EUS can provide helpful diagnostic 
accuracy and comprehensive pre-operative assessment 
of submucosal tumors of the esophagus, including more 
detailed information about the tumor size, layer of 
origin, morphologic features, and even histopathological 
components (35). Thus, clinicians could design further 
treatment plans for patients with submucosal tumors of 
esophagus based on the EUS-FNA results.

The distinctive histologic feature of a chondromatous 
hamartoma is the hyaline cartilage, which is located in cartilage 
lacunae and surrounded by a thin fibrous perichondrium. 
However, highly differentiated chondrosarcoma, which 
featured with lobulated tumor cells with less atypia, should be 
taken in to consideration for different diagnosis. In our case 
study, the mass was covered with an integrated capsule and 
was composed of cartilage cells that were well differentiated, 
and our hospital’s pathology team had taken chondromatous 
hamartoma into prior consideration.

There are no standard treatment instructions for 
esophageal hamartoma. Most of the previously reported 
patients underwent surgical  treatment,  including 
esophagectomy and thoracotomy, while one underwent 
endoscopic resection by snare coagulation (10), two 
underwent routine endoscopic resection (19,20) and one 
refused operation (1). Ginai et al. (11) suggested that the 
resection method depends on the polyp’s volume and 
site of origin. When the pedicle is thin and the polyp is 

relatively small, endoscopic ligation is preferred. If there 
is an increased risk of bleeding, cervical esophagectomy 
should be performed. However, Xu et al. (19) suggested that 
gastroscopic resection is more feasible and the selection of 
different treatment methods should be based on the depth 
of tumor invasion. In our case, the patient was carefully 
evaluated and transferred to our department from the 
department of gastroenterology, and it was discussed during 
the MDT consultation before surgery that the tumor might 
have malignant potential. For conservative considerations 
and to avoid perforation and bleeding from an endoscopic 
resection, we performed transcervical esophagectomy. 
According to the limited report information, no further 
post-surgical treatment was given for these esophageal 
hamartoma cases, and all patients were discharged 
uneventfully and recovered with no recurrence.

Hamartomas are uncommon congenital abnormalities 
that are usually asymptomatic and grow slowly. In this 
case, the patient complained of a progressive foreign-body 
sensation in the laryngopharynx for 3 years. However, it 
can be speculated that the hamartoma might have existed 
for many years and grown slowly until it was large enough 
to cause symptoms. Previous studies suggested that 
esophageal hamartoma was benign, however, obstruction 
and pulmonary complications can cause fatal events. Thus, 
aggressive surgical treatment should be recommended 
because it can significantly improve the patients’ status and 
is nearly curative (5). 

In conclusion, we report a very rare chondromatous 
hamartoma of the cervical esophagus. Pre-operative EUS-
FNA can aid in diagnosis and surgical treatment should be 
recommended for cervical esophageal hamartomas.
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