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Abstract: Esophageal chondromatous hamartomas are very rare tumors, characterized by proliferating

hyaline cartilage cells. We described the case of a 64-year-old woman, with a progressive foreign body

sensation in the laryngopharynx caused by an intraluminal pedicled mass. Transcervical esophagectomy was

performed and intraoperative biopsy revealed the mass was a cervical esophageal chondromatous hamartoma.

The patient’s postoperative course was uneventful and she recovered well. A review of the literature was

conducted, and the symptoms, locations, histopathology findings, treatment methods and follow up results

of esophageal hamartoma cases were summarized. We found that pre-operative endoscopic ultrasonography-

guided fine-needle aspiration (EUS-FNA) can aid in diagnosis and that aggressive surgical treatment should

be recommended for cervical esophageal hamartomas.
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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
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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 1A4). Computed
tomography (CT) and enhanced CT scans suggested
a 2.5-cm soft-tissue mass in the upper esophagus with
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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.

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 2A4).
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
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hard mass was exposed without breaking through the
mucosa. A 4.5 cm x 2 cm x 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
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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 (50x); (C) medium magnification (100x); (D) high magnification (400x).

© Journal of Thoracic Disease. All rights reserved. jtd.amegroups.com 7 Thorac Dis 2017;9(3):E236-E244



E239

Journal of Thoracic Disease, Vol 9, No 3 March 2017

(panurzu0) 1 S[qey,

Aiobuns Joye

Aleoibins
Jowin} pajoasal
Aj@1o|dwos pue

‘uononJisqo
Aemuie ansa1jal 01
Awojsosseb pue

abe|iueo auleAy pue

uoIoNIISqo

Aisbins syeeM  agn} Awolsosyoe} ‘anss|] 8A1308UU0D [eulwnenu]  Aemure pue
-1sod Awoisosseb ‘Asdoiq 106 0} snoiqy ‘siequy /snbeydosa Buijooip (9)
[nuUSABUN panoway uoisioul oaN 9|0SNW [e19]9XS IRIISETS) elbeydsAqg 1= wl L 0861  uewisyoag 9
HN HN HN HN HN HN SIEN uaJp|IuD H 1261 L(pl) reyey S
‘'spue|b
snonw ayjl|-felyouolq
‘abe|peo ‘sejhoonsly  [ednwesiu)/
uonesado sisowojseue oljiydopioe snbeydos] snbeydosa
-1sod Jeah | pua-031-pus pue ‘se1Ao00ydwiA| ay1 Jo paiyl [eisip jo
[nAUSABUN 4N Awojooeioyy Yo ainjew |lews auo [essig aINpPmS alewa Agg b 961 () ynws 14
pawJopad sem
Awojoebeydose
abueyosip jo [BOIAI8D Y3| Uy} anss|} asodipe pue [euiwnesul
awi} ay} 1e pue pajie} sem sainjonJis Jejnpue|b  ssnBeydose  ured 1seyo
|npuaAsun 4N adoosobeydosy ‘anssi} snouibepe) IZ8]1ETe) -piw anbep 1= A09 L G/61 (y) yeus e
wnijpyyde
Awoioebeydose Aoyesdsal
|eoinIe0 bl pue onse|dejsw pue uolpJdxa uo
Awoyoebeydose wnijeyide Aiojesdsal Buizeaym
pajeay o[0BIOY} pPUE pajel|io ‘esoonw pue
syow i Ajpuenbasgns Awojooeloyy 1ybu ouseb ‘wnipynds Aynoip
ul wa|qoid pue :A1ebuns 1se| 8y | Aioreadsal Aq snbeydosas Buimojiems
Areuow|nd eluownaud ‘pawiopad alam paul| sa|ngn} pue [e2IAI80 pue
ou Y pue uo3o8jU| salabins [eJjonag abeipeo Jo s)o|s| JAMOT Buiyreaig slewsa A9 L 0/61 (e1) 493210 2z
S1sA0
uoljualal snoonw
pue spue|b snoonw
(uoirewoul yum pa|buiwiaiul [euiwnieul spljos
pajie}ap ou) Awolosbeydoss aNssI} 9AI}08UU0D /snbeydosa  Buimojems
[NjjusAsuN HN [esae] by asodipe-oiqi Jeddn ur Aynomig SeIN A19 b €96} (c1) Joln4 5
dn mojjo4 juewness Juswieal| Butpuy uol3eo0 swoydwifs X89S aby S9SE0 Jesp Joyiny ‘ON
Jayung ABojoyiedolsiH ‘ [emu| jJo "oN

‘sewroyreurey [eadeydoss 103 sonsiialoeIeyd ApmS T 9[qe],

7 Thorac Dis 2017,9(3):E236-F244

jtd.amegroups.com

© Journal of Thoracic Disease. All rights reserved.



Zhang et al. A case report of cervical esophageal chondromatous hamartoma

E240

(panurzu0) 1 S[qey,

"BWIOJIS POZIIBINOSEA
[|eM juepunge
yum spue|b o13sAo

paJanooal pue onisejdiadAy Jeuiwnesu|
pue ‘wnipyuds /snbeydosa eibeydsAp (1)
|njuaAauUN 4N Awojobeydosy snowenbg Jaddn anissalbold  ojewa4 Aog L 1661 Jeyye] 1L
"ainjonJis Jejnpue|b
pue anss|} asodipe [eulwin[eJsiu| wninds
Awojobeydosa ‘snoiqy ‘snouibejpes  /snbeydose Apoo|q
[NUBABUN dN [BOIAISOSUEBL] ‘snosssQ [eainIe) juslsisiad s[ews Aoy L 0661 (8) yoyes ol
dn mojjo}
Jeah | 18
aoua.Indal eibeydsAp
ou pue ‘Allie|NOSEA BjRIOPOW  [BUIWIN[EIU]| pue
abeyosip jo pue anss|} uabe|j0o /snbeydoss uonjesidsal
awi} 8y 1e Awojosbeydoss ‘anssi} [e19]9¥s JO JO pud ul Aynoip
|njuaAsuUN 4N [eoinieD) salquy ‘enssi} asodipy Jaddn Buiseauou| aleN AoL L /861 (91) B1dND 6
‘eibeydsAp
abueyosip jo [euiwnenul  aaissaiboud
awi} 8y} 1e Awojosbeydoss euwopewey /snbeydose pue
|npuaAaun 4N pue Awojooeloy]  |eabeydose piodAjod Jaddn ybnoo Aig EIEN Azs L G861 (g1) uuap 8
STENIETEY
|ewouis pue sjosnw Jeuiwneul ssO|
AwojoAw yloowss ‘sjuswsle /snbeydosa  ybBiam pue
4N 4N [eabeydosy Je|npue|b ‘ebejpen esiq Burwop aleN wg
ybiom jo
SISowo}seue SIVENIETE] 3OB| ‘Spooy
[eabeydosa |[ewouls pue ajosnw pljos jo
pus-01-pus yloows ‘enssiy [euiwin[eliul  SdUBJS|OUI
pue pajoasal pioydwA| ‘sjuswsie  /snbeydose  ‘Buiywon jo
4N 4N Areaibing Jenpuelb ‘ebejipe) [eysia seposid3 a[ewa Age Z 0861  (2) weseng .
dn mojjo4 juewness Juswieal| Butpuy uoed0T swoydwifs REIS aby S9SE0 Jesp Joyiny 'ON
Jayung ABojoyiedolsiH ‘ [emu| jJo "oN

(panurzu0) 1 S[qe],

7 Thorac Dis 2017,9(3):E236-F244

jtd.amegroups.com

© Journal of Thoracic Disease. All rights reserved.



E241

Journal of Thoracic Disease, Vol 9, No 3 March 2017

‘pauodal JoU ‘YN "ewes ay} Sem sioyine om} ayy Aq papodal ased ayy ‘, '9|ge|IeA. Jou SEM X8} N} 8u} ¢,

SoAaU pue
S9|oSNW pajells pue
olreydwA| ‘sjpsson snbeydosa
4N 4N Ksebins uedQ poo|q ‘sieqi4 Jeddn eibeydsAia oeiN K09 L S102 (ce) oeyz 61
panowal 1onp snbeydose
dN dN Alreoidoosopu3 puelb [esoonwiang Jemon eibeydsAq Sl A1g 8 GL0C (L2) eyiox 8l
Bupjuup
snbeydosa Jaye ured
4N 4N juswieas} pasnjey 4N Jamon oujsebidy Sl Aoy L r102 (1) nm Ll
uopuaisip
spue|b pue enssi} [eulwopqy
panowa. 9AI}08UUOD SNOoI]I snBeydoss pue
4N 4N Areoibing ‘anssi} ol| beeD JomoT eibeydsAa Sl Aee L zloz (6) noH 9L
dn-moj|o} Adoosobeydosa
Jeak-9 1e pue Adoosobuiie| dAjod |eabeydoss sisoueAd
|njpuaAauUN 4N 108.IPOIDIN snojewoueweH [IZ]1YETe) pue eaudy alewa P8 L 0L02 (02) Aanoo Gl
ewolbuewsay [eulwnesjul
dn-moj|o} ul pazueloeleyd /snbeydose uoljesuas
syjuow g je uol}09sal ewopewey Jomo| Apoq
INjusABUN dN oidoosopuq [eebeydosy -9|PPIN ubreio4 Sl Ay L 8002 (1) nx 1A
anssi
e} pue 8Nssi} 9joSNW  [eUIWIN[EAU
panowa. yjoouws ‘enssi} /snBeydose
dN 4N Aleaibing SA1}09UUOD snoldi 3IPPIN eibeydsig CIEN Aog L 7002 (1) buog el
ewopewey ay}
40 aInjoniis Auoq pue
‘snojewolBbuewsay
‘snojyewod]|
‘wnalsouad Aq
pasojous suoq Jo
pueysi Areyjos abue| AP
poIBA0DBI ‘uolje|nBeoo B pUE S|9SSaA poo|q [euiwneiu) 866 ‘leuIn)]
pue aleus Aq uoljossal [eaidAje ‘enssiy /snbeydosa eibeydsAp o)
|njjusABUN UN oldoosopu3 snoJq ‘s||eo ye4 Jeddn anissaiboid == ALy L G661 aplyieH Al
dn mojjo4 juewness Juswieal| Butpuy uol3eo0 swoyduifs X89S aby S9SE0 Jesp Joyiny ‘ON
Jayung ABojoyredolsiH ‘ [emu| jo "oN

(panurzu0) 1 S[qe],

7 Thorac Dis 2017,9(3):E236-F244

jtd.amegroups.com

© Journal of Thoracic Disease. All rights reserved.



E242 Zhang et al. A case report of cervical esophageal chondromatous hamartoma

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 /. (10) and Ginai et a/. (11)
reported the same case], and five cases (5,7,9,13) were in
distal or lower esophagus [one (9) was in Chinese, Tuble 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 /. (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 er a/. (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
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relatively small, endoscopic ligation is preferred. If there
is an increased risk of bleeding, cervical esophagectomy
should be performed. However, Xu ez a/. (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 MD'T 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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