International Journal of Surgery Case Reports 94 (2022) 107078

Contents lists available at ScienceDirect

INTERNATIONAL
JOURNAL OF

SURGERY
CASE
International Journal of Surgery Case Reports 2RTS

journal homepage: www.elsevier.com/locate/ijscr

ELSEVIER

Case report

Leiomyoma of the esophagus: A case report and review of the literature

Hazem Beji " Mahdi Bouassida, Yassine Kallel, Mohamed Amine Tormane,
Mohamed Mongi Mighri, Hassen Touinsi

Department of General Surgery, Hospital Mohamed Taher Maamouri, Nabeul, Tunisia
University Tunis El Manar, Faculty of Medicine of Tunis, Tunisia

ARTICLE INFO ABSTRACT

Keywords: Introduction: Benign tumors represent less than 1% of esophageal neoplasms. Esophageal leiomyoma is a very
Leiomyoma rare tumor that arises from mesenchymal tissue.
Esophagus

We present here a case of leiomyoma of the esophagus which was revealed by dysphagia and vomiting that was
treated by surgical enucleation.

Presentation of case: This report illustrates the case of a female who presented with dysphagia and vomiting.
Imageology demonstrated an esophageal mass which was treated with surgical enucleation. Histopathology
confirmed the diagnosis of leiomyoma.

Clinical discussion: Benign esophageal tumors are rare. Leiomyoma commonly presents as a single lesion in the
middle or lower third of the esophagus. Leiomyomas located in the proximal and middle third of the esophagus
can be operated on by right thoracotomy. Surgical treatment varies from enucleation to esophageal resection
depending on the size and location of the mass. In our case, the tumor was enucleated by a right posterolateral
thoracotomy.

Conclusion: Esophageal leiomyoma is a benign and generally asymptomatic tumor. Surgery is the pillar of
treatment. Enucleation should be performed whenever possible to avoid esophagectomy and thus decrease
morbidity and mortality.

Benign tumors
Case report
Literature review

1. Introduction and importance

Benign tumors represent less than 1% of esophageal neoplasms.
Esophageal leiomyoma is a very rare tumor that arises from mesen-
chymal tissue. It is the most common benign tumor of the esophagus [1].

More than 50% of the patients are asymptomatic and are diagnosed
incidentally while others may present dysphagia or epigastric pain [2].

Surgery is the cornerstone of treatment. It consists of transthoracic
extra mucosal blunt enucleation. Esophagectemy is sometimes necessary
in presence of giant leiomyomas [3].

We present here a case of leiomyoma of the esophagus which was
revealed by dysphagia and vomiting that was treated by surgical
enucleation.

This work has been reported in line with the SCARE 2020 criteria
[4].

2. Presentation of a case

A 47-year-old female, hypertensive, complained of dyspepsia and
esophageal reflux.

She presented gradually worsening dysphagia and vomiting six
months earlier.

The general physical examination and laboratory findings were
normal.

A gastroesophageal fibroscopy showed compression of the middle
third of the esophagus (Fig. 1).

Abdominal computed tomography (CT) scan revealed a moderately
enhancing 30 mm oval posterior mediastinal mass extending over 60
mm, displacing the esophagus in its middle third and coming into con-
tact with the descending aorta with the pericardium (Fig. 2).

Magnetic resonance imaging (MRI) was showed a tissue mass of
esophageal origin under the mucosa presenting contact with the poste-
rior pericardium and with the anterior wall of the aorta over 10 mm
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(Fig. 3).

Surgery was planned and was performed by a 20-year experience
surgeon.

We performed a right posterolateral thoracotomy at the level of the
5th inter-costal space.

The exploration highlighted a 6 cm hemi-circumferential poly-lobed
whitish mass, adherent to the pericardium and the aorta (Fig. 4).

Meticulous dissection was performed all around the esophagus and
the tumor was enucleated.

The esophagus has been checked for leaks.

Histopathology revealed neoplastic spindle cells arranged in bundles
without significant cellular atypia (Fig. 5). Immunohistochemical
markers were positive for smooth muscle actin (Fig. 6) and negative for
CD-117 and Dog-1. The diagnosis of esophageal leiomyoma was
confirmed.

The postoperative course was uneventful with a follow-up of eight
months.

3. Clinical discussion

We reported a successful surgical enucleation for an esophageal
leiomyoma. The main strength of our work is the choice for an enucle-
ation avoiding unnecessary esophagectomy and thus decreasing
morbidity and mortality.

The main weakness of our work is the choice for a thoracotomy
instead of mini-invasive surgery. Our choice is explained by the preop-
erative imaging showing contact of the tumor with aorta and
pericardium.

Benign tumors of the esophagus are rare and represent less than 1%
of esophageal neoplasms. Leiomyoma is the most prevalent benign
esophageal tumor [1].

These tumors arise from smooth muscle and have an intramural
location. In some cases, leiomyoma presents as a pedunculated polyp.
Around 60% develop in the distal third of the esophagus [2].

Typically, leiomyomas don't exceed 5 cm. However, giant
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Fig. 2. CT scan in the sagittal plane showing a moderately enhancing medi-
astinal mass displacing the esophagus in its middle third (white arrow).

leiomyomas of more than 20 cm have been reported [5].

Leiomyoma can occur in patients of any age, but the peak incidence
is in the third to fifth decades of life. The ratio of cases in men and
women is approximately 2:1 [6].

Preoperative diagnosis is difficult as esophageal leiomyoma can
present as a posterior mediastinal mass on chest radiograph and can be
seen as an incidental radiological finding [2].

Patients are asymptomatic in more than half of the cases [7]. When
symptoms are present, they are generally non-specific. Dysphagia and
retrosternal pain are found in tumors larger than 5 cm [8]. In our case,
dysphagia and vomiting were the main symptoms.

Fig. 1. Gastroesophageal fibroscopy revealing compression of the middle third of the esophagus.
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Fig. 5. Histopathological slide with hematoxylin and eosin demonstrating
neoplastic spindle cells arranged in bundles.

Fig. 6. Immunohistochemistry showing positive smooth muscle actin marker.

Barium swallow is a widely used imaging technique for the diagnosis
of esophageal lesions. It shows smooth filling defects in the esophageal
lumen without mucosal damage. The tumor is generally mobile during
deglutition [9].

Contrast-enhanced computed tomography (CT) scan with oral
contrast is usually sufficient to confirm the diagnosis [10]. Endoscopic
ultrasound represents another option showing intramural tumors [11].

It is performed to visualize all layers of the esophageal wall. It can
distinguish cystic from solid esophagus tumors. Leiomyoma appears as a
homogenous, hypoechoic lesion surrounded by a hyperechoic region
[12].

In our case, EUS was not realized. The diagnosis was oriented by a
contrast-enhanced CT scan. A magnetic resonance image (MRI) was
done to rule out differential diagnoses such as esophageal duplication
cyst. It revealed a well-defined soft tissue mass on the posterior wall of
the middle third of the esophagus.

The use of the biopsy in the diagnosis is controversial. It is linked to
many complications such as infection, bleeding, increased rate of
intraoperative perforations, and technical difficulties. It is recom-
mended to perform a biopsy in case of diagnostic doubt [11,13]. In some
cases, needle aspiration biopsy does not accurately identify the nature of
the lesion. Therefore, malignancy can only be ruled out by resection
[14].

The main differential diagnoses include malignancies such as squa-
mous or adenomatous carcinoma and leiomyosarcoma. Though, malig-
nant transformation is very rare [7].

There are no clear therapeutic guidelines. Some authors recommend
resection to rule out malignancy in all cases [11,13,15]. Other authors
recommend observation for the asymptomatic patient with lesions less
than 5 c¢cm in size and when the preoperative workup has eliminated
malignancy [2]. In those cases, a regular follow-up with barium swallow
is essential [16]. Regular follow-up of asymptomatic patients with a
tumor size of less than 2 cm has been promoted [17].

Minimally invasive surgery is a good option in tumors less than 5 cm
[18]. Surgical treatments by thoracoscopy [11], laparoscopy [18], or Da
Vinci robot-assisted thoracoscopy [19] were reported.

The standard surgical approach for esophageal leiomyoma is a tho-
racotomy with enucleation without opening the mucosa which is easier,
faster, and safer compared to resection [17]. It is indicated for tumors in
the proximal and middle third of the esophagus [15].

A trans-hiatal approach can be performed for tumors located in the
lower third of the esophagus [2].

An esophageal resection is appropriate for large tumors and those
located at the gastroesophageal junction due to technical difficulties,
poor wound healing in the defect of esophageal muscle, and lower
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esophageal sphincter dysfunction or loss following enucleation [20].

In our case, the contact of the tumor with the pericardium and aorta
made us opt for a thoracotomy.

In summary, we reported the case of a 47-year-old hypertensive
patient complaining of dysphagia and vomiting due to a 6 cm leio-
myoma in the middle third of the esophagus diagnosed by a CT scan and
MRI. A successful surgical enucleation by a right posterolateral thora-
cotomy was performed.

4. Conclusion

Esophageal leiomyoma is a slowly growing benign and asymptom-
atic tumor. The symptoms appear when the tumor is large. The diagnosis
is confirmed with a contrast-enhanced CT scan and EUS with biopsies.

Surgery is the pillar of treatment. Tumor enucleation or esophageal
resection can be performed depending on the size and location of the
mass.

Patient consent
Written informed consent was obtained from the patient for publi-
cation of this case report and accompanying images. A copy of the

written consent is available for review by the Editor-in-Chief of this
journal on request.

Provenance and peer review

Not commissioned, externally peer-reviewed.

Ethical approval

Ethical approval for this study was obtained from the ethical com-
mittee of the hospital Mohamed Taher Mammouri.

Funding

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

Guarantor

Hazem Beji
Mahdi Bouassida.

Research registration number

None.

CRediT authorship contribution statement

Hazem Beji and Mahdi Bouassida did the conception and design of
the work, the data collection, and the data analysis and interpretation.

Yassine Kallel and Mohamed Amine Tormane did the critical revision
of the article.

Mohamed Mongi Mighri and Hassen Touinsi did the final approval of
the version to be published.

International Journal of Surgery Case Reports 94 (2022) 107078
Declaration of competing interest
No conflicts of interest.

References

[1] V. Singla, E. Gupta, H. Bhattacharjee, M. Joshi, R. Sharma, R. Parshad,
Thoracoscopic enucleation of a large esophageal leiomyoma in the lower
esophagus: challenges and solutions, Indian J. Thorac. Cardiovasc. Surg. 37 (6)
(2021 Nov) 694-697, https://doi.org/10.1007/s12055-021-01196-z. Epub 2021
May 26. PMID: 34776669; PMCID: PMC8546002.

[2] G. Thakut, S.A. Murchite, R.M. Kulkarni, V.V. Gaikwad, Leiomyoma of esophagus-
A case report, Int. J. Surg. Case Rep. 76 (2020) 285-287, https://doi.org/10.1016/
j.ijscr.2020.09.142. Epub 2020 Sep 23. PMID: 33059207; PMCID: PMC7566076.

[3] Q.X. Shang, Y.S. Yang, W.P. Wang, W.P. Hu, L.Q. Chen, Missed diagnosis of
esophageal leiomyoma leading to esophagectomy: a case report and review of
literatures, J. Thorac. Dis. 10 (1) (2018 Jan), https://doi.org/10.21037/
jtd.2017.12.05. PMID: 29600107; PMCID: PMC5863156.

[4] R.A. Agha, T. Franchi, C. Sohrabi, G. Mathew, for the SCARE Group, The SCARE
2020 guideline: updating consensus Surgical CAse REport (SCARE) guidelines, Int.
J. Surg. 84 (2020) 226-230.

[5] F.R. Heitmiller, V.M. Brock, Benign tumours and cysts of the oesophagus, in: J.
C. Yeo, H.J. Peters (Eds.), Shackelford’s Surgery of the Alimentary Tract, 7th ed.,
Elsevier, Philadelphia, 2013, p. 465.

[6] H. Elbawab, A.F. AlOtaibi, A.A. Binammar, D.N. Boumarah, T.M. AlHarbi, F.

T. AlReshaid, Z.M. AlGhamdi, Giant esophageal leiomyoma: diagnostic and
therapeutic challenges, Am. J. Case Rep. 18 (22) (2021 Nov), €934557, https://doi.
org/10.12659/AJCR.934557. PMID: 34789714; PMCID: PMC8609978.

[7] D. Kandasamy, N. Ahamed, S. Kannan, V. Samuel, Giant Leiomyoma of the
Oesophagus, PD07-PDO08, J. Clin. Diagn. Res. 11 (4) (2017 Apr), https://doi.org/
10.7860/JCDR/2017/24206.9565. Epub 2017 Apr 1. PMID: 28571208; PMCID:
PMC5449854.

[8] A. Chak, EUS in submucosal tumors, Gastrointest. Endosc. 56 (4 Suppl) (2002 Oct)
S43-548, https://doi.org/10.1016/s0016-5107(02)70085-0. PMID: 12297748.

[9] W. Jiang, T.W. Rice, J.R. Goldblum, Esophageal leiomyoma: experience from a
single institution, Dis. Esophagus 26 (2) (2013) 167-174.

[10] V. Singla, E. Gupta, H. Bhattacharjee, M. Joshi, R. Sharma, R. Parshad,
Thoracoscopic enucleation of a large esophageal leiomyoma in the lower
esophagus: challenges and solutions, Indian J. Thorac. Cardiovasc. Surg. 37 (6)
(2021) 694-697.

[11] P. Mujawar, T. Pawar, R.N. Chavan, Video assisted thoracoscopic surgical
enucleation of a giant esophageal leiomyoma presenting with persistent cough,
Case Rep. Surg. 2016 (2016), 7453259, https://doi.org/10.1155/2016/7453259.
Epub 2016 Feb 9. PMID: 26977331; PMCID: PMC4763011.

[12] G.Q. Xu, B.L. Zhang, Y.M. Li, L.H. Chen, F. Ji, W.X. Chen, S.P. Cai, Diagnostic value
of endoscopic ultrasonography for gastrointestinal leiomyoma, World J.
Gastroenterol. 9 (9) (2003 Sep) 2088-2091, https://doi.org/10.3748/wjg.v9.
19.2088. PMID: 12970912; PMCID: PMC4656680.

[13] S. Zhou, S. Li, N. Guo, W. Zhang, A case of surgical enucleation of a giant
esophageal leiomyoma, Transl. Surg. 2 (1) (2017) 19.

[14] D. Ramos, P. Priego, M. Coll, L. Cornejo Mde, J. Galindo, G. Rodriguez-Velasco,
E. Lobo, Comparative study between open and minimally invasive approach in the
surgical management of esophageal leiomyoma, Rev. Esp. Enferm. Dig. 108 (1)
(2016) 8-14.

[15] P. Aurea, M. Grazia, F. Petrella, R. Bazzocchi, Giant leiomyoma of the esophagus,
Eur. J. Cardiothorac. Surg. 22 (6) (2002) 1008-1010.

[16] P. Priego, E. Lobo, G. Rodriguez, N. Alonso, M.G. Olarte, J.P. de Oteyza,

V. Fresneda, Surgical treatment of esophageal leiomyoma: an analysis of our
experience, Rev. Esp. Enferm. Dig. 98 (5) (2006) 350.

[17] S.H. Choi, Y.T. Kim, K.N. Han, Y.J. Ra, C.H. Kang, S.W. Sung, J.H. Kim, Surgical
management of the esophageal leiomyoma: lessons from a retrospective review,
Dis. Esophagus 24 (5) (2011) 325-329.

[18] M. Kent, T. d'Amato, C. Nordman, M. Schuchert, R. Landreneau, M. Alvelo-Rivera,
J. Luketich, Minimally invasive resection of benign esophageal tumors, J. Thorac.
Cardiovasc. Surg. 134 (1) (2007 Jul) 176-181, https://doi.org/10.1016/j.
jtevs.2006.10.082. PMID: 17599505.

[19] J. Boone, W.A. Draaisma, M.E. Schipper, I.A. Broeders, I.H. Rinkes, R. van
Hillegersberg, Robot-assisted thoracoscopic esophagectomy for a giant upper
esophageal leiomyoma, Dis. Esophagus 21 (1) (2008) 90-93, https://doi.org/
10.1111/j.1442-2050.2007.00709.x. PMID: 18197946.

[20] D.M. O'Hanlon, E. Clarke, J. Lennon, T.F. Gorey, Leiomyoma of the esophagus, Am.
J. Surg. 184 (2) (2002 Aug) 168-169, https://doi.org/10.1016/50002-9610(02)
00905-4. PMID: 12169363.


https://doi.org/10.1007/s12055-021-01196-z
https://doi.org/10.1016/j.ijscr.2020.09.142
https://doi.org/10.1016/j.ijscr.2020.09.142
https://doi.org/10.21037/jtd.2017.12.05
https://doi.org/10.21037/jtd.2017.12.05
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120439080559
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120439080559
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120439080559
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120441036865
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120441036865
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120441036865
https://doi.org/10.12659/AJCR.934557
https://doi.org/10.12659/AJCR.934557
https://doi.org/10.7860/JCDR/2017/24206.9565
https://doi.org/10.7860/JCDR/2017/24206.9565
https://doi.org/10.1016/s0016-5107(02)70085-0
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453315210
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453315210
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453118609
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453118609
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453118609
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453118609
https://doi.org/10.1155/2016/7453259
https://doi.org/10.3748/wjg.v9.i9.2088
https://doi.org/10.3748/wjg.v9.i9.2088
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120447183614
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120447183614
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453128779
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453128779
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453128779
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453128779
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453322086
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453322086
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120447273067
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120447273067
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120447273067
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453141318
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453141318
http://refhub.elsevier.com/S2210-2612(22)00324-8/rf202204120453141318
https://doi.org/10.1016/j.jtcvs.2006.10.082
https://doi.org/10.1016/j.jtcvs.2006.10.082
https://doi.org/10.1111/j.1442-2050.2007.00709.x
https://doi.org/10.1111/j.1442-2050.2007.00709.x
https://doi.org/10.1016/s0002-9610(02)00905-4
https://doi.org/10.1016/s0002-9610(02)00905-4

	Leiomyoma of the esophagus: A case report and review of the literature
	1 Introduction and importance
	2 Presentation of a case
	3 Clinical discussion
	4 Conclusion
	Patient consent
	Provenance and peer review
	Ethical approval
	Funding
	Guarantor
	Research registration number
	CRediT authorship contribution statement
	Declaration of competing interest
	References


