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A pedunculated lymphangioma of the esophagus was unexpectedly discovered during an
endoscopic investigation performed for epigastric pain in a patient affected by diabetic
arteriopathy treated with antiplatelet drugs. The patient neither complained of dysphagia
nor other symptoms related to the presence of the lymphangioma which therefore can be
considered as an endoscopic “incidentaloma”.

The lesion was removed endoscopically and a follow up, 6 months later, showed no scar
Or recurrence.

The authors present this case both for the extreme rarity of this lesion and for the
evidence of low-medium grade dysplasia in the overlying mucosa, particularly since it is
only case ever noted in literature.

This aspect suggests that, even if malignant degeneration of these lesions has never
been observed, their endoscopic removal is recommended. However, when endoscopic
procedures are not feasible, thoracotomic surgical exeresis should be only considered for
obstructing and symptomatic lesions; an accurate endoscopic and bioptic follow up can be
useful for asymptomatic lesions.
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INTRODUCTION

Lymphangiomas are a rare form of benign vascu-
lar tumors. Following Wegener’s classification[1,2],
they can be subdivided into three groups: simple,
cavernous, or cystic. These lesions can be single or
multiple in the so called “lymphangiomatosis” [3].

Lymphangioma can occur in several anatomi-
cal regions: neck (75%), axilla (20%), mediasti-
num, bone and retroperitoneum (5%) [3].
Lymphangiomas of the liver and of the spleen
have been rarely noted (they usually have a worse
and invasive course). Moreover, malignant degen-
eration has never been observed [4].

* Corresponding author. Via Derna 5, 20132 Milano, Italy. Tel.: +39 2 26 11 13 44; +39 330 23 05 55. Fax: +39 344 30596.

141



142 M. SCAREPIS et al.

Lymphangiomas of the gastrointestinal tract
are even more rare: Gangl [5] collected only 32
gastrointestinal lymphangiomas in the literature:
the most commonly affected area is the colon,
followed by duodenum and stomach. To date,
only eight cases of esophageal lymphangiomas
have been observed [6]. In fact, leiomyomas are
the most common benign tumor of this organ
(59%) [7,8]. Instead vascular tumors represent
only 2% of all esophageal benign neoplasms, but
most of them are hemangiomas [9,10].

The Authors present a case of esophageal lym-
phangioma incidentally discovered, both because
of the extreme rarity of this lesion and to report
its successful endoscopic removal and, to provide
evidence of a low-medium grade dysplasia in the
epithelium never before noted.

CASE REPORT

S.B.F., white man, 64 year old, weight — 81kg,
height — 171 cm. He was admitted to our depart-

ment with the diagnosis of peripheral occlusive
arterial disease at Fontaine’s IV grade. He
smoked approximately 30 cigarettes, and consumed
roughly -1 litre of wine a day. The patient’s
father had suffered stomach cancer.

Upon admittance, the patient complained of
persistent epigastralgia. Consequently, he was
submitted for an esophagogastroscopy which
showed the presence of two pyloric ulcers measur-
ing roughly 5mm in diameter and a positive test
for Helicobacter Pylori. Additionally, a peduncu-
lated lesion of 15mm in diameter was discovered
in the lower third of his esophagus (Fig. 1): thus,
an endoscopic polypectomy was performed with a
diathermic loop. When the patient was released
from the hospital, he was given a two-week daily
prescription of Omeprazole 40 mg and Amoxicil-
lin 2 g for the elimination of Helicobacter Pylori.

Histologic examination exhibited the presence
of a lymphangioma with focal low-medium grade
dysplasia in the epithelium (Figs. 2, 3).

After 6 months, another esophagogastroscopy
was performed, which showed complete healing

FIGURE 1

Esophageal lymphangioma: endoscopic appearance. The diathermic loop for the operative procedure is evident.
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FIGURE 2 Esophageal lymphangioma. Normal (right) and dysplastic (left) esophageal epithelium, enlarged lymphatic vessels
and lymphoid follicle are appreciated at this magnification (EE, 25X).

FIGURE 3 Esophageal limphangioma. Enlarged lymphatic vessels without blood, mild chronic inflammation and spongiotic
dysplastic epithelium are demonstrated (EE, 160X).



WINGIIEsy

Teuors 98BISIP sgjuour 7
-8200 JO Koue 10J UINg)IBaY
souasisiad ‘e AIeU010 eworSue TBUOISBIO0
squom 7 9 0661 SOUE[[2ISBD JWOID ON -ydudy [eoBmg ON ON ON ON SdA a[Issag 0T SIPPTIN s@og  ‘wediseqd A 99
erdeydsp
JUSIITULIUL
I9)eT "edle
[euIa)sqns
o) Ul sWo}
ewmoidue -dwifs xnpja1
BIWISY -ydmA] ST} pue Suruing
— €1 €861  MeQary SeIH ON [esoonmqng oidoosopuyg -Beqdoss0  ON ON ON ON o[Issag SI 24071 Sasd omseSidg W 8¢
SaLIRS XY
ewoius ® (eise[eyoe jo
-ydmsy -unse)uIol}  ucwIdsns)
- -1T 861 ‘i qery - ON SnOuIsAE)  [eoISIng ON ON ON ON SdA dIssag 0T oppyN  -seS 1addn)  elesia W 39
sjeow Is)ye
(ean (Ao Sunrwoa [e
-150d 1891 vworfue  -JOJBIOY} SALIS Xy -UOISEIZO pue
w12 JA[OYosN) -gdwA| ysry) feunsajuion eideydsAp
— 0z 0861 BPEWE], PISE[EYOY ON sSnouloAe)  [eoidIng ON ON ON ON SAA afsseg  pammjerjoN  domo] -seS 1addn Susesmduy W 9
(yo1e
emoigue jeusp
‘v 32 OITN 10N -gdwiA] WOoIJ W §¢) pare[I
- 4! 6L61 -loSuomuy  omsED ON [esoonmqng drdoosopug ON ON ON ON ON prodfjoq 01 SIPPIN Saod  osessip ondogd W V9
ewordueyd
-4y :adods
-oeqdoss
eideydou piopnH (yore
-£po 10 B3 —-13ppd felusp
-eyds£p ou ueSA 1990 Aderoy)  yqum Asdoiq WOIJ W f) parepa
sgjuowr g1 4t €L61 PpueApelg OlIsED ON - aaneasssuo)  deoQ ON ON ON SHX oIsseg 0s SIPPIAL saod osesspondod A 9
uoneu
‘12 -TUBXS Wd}
— 11 1961  IpIuTo§ - - - — - - - - — - — -lounsod - — -
SUOTSI[ Jue) UOHBUILIRXD Asdolq  esoonw JO eSOONW JO UONEIR[IP prod£jod (worur) *)
dn mojjoJ sousIopey 180X sopny  -Twoouo) wise[dsA(q [eoSo[oistH  Adersyy, oidoosopug uolsorg  SSSUPAY Arefpde)  sisoumsg Jonssag azlg uoneso] sisoufey] SwOIdWAS xo§ By

1d7dVL



*2IM)BISNY SYHUSIS [BJO o) ur paysiqnd soses [Ty

[Se)
oses
3O soumy
-sis1od ‘sng
-eydosso
Jo monouny
pue 480
-joydiow
[ewou
SyIuoW 9
sn3egdoseo
Jo uon
-ounj pug
£3oroyd
-IOW [euX
-10U :19)B]
Yoom OM],
ySom Sur
-ured si pue
mwesy pood
Ul SUTBWOX
P 273
PaLId)aI ST
3 Inq ‘ourm
Sl pay
-19ads 10N

aanisod

189] 1)

-0BqOOIPH

‘sxo0n

ased ‘w12 omses ou
Jussald  S661 sidieog  -onideixnlz  esoonjy

snt

w12 -Segdosso

14 661  BPWSOA  OMOIYD ON
Aysuorry]

ST 661 PuUE ARy  ON ON

BSOONTU
a1 Jo eiserd
-s&p opeIs
WNIPSW-MO[
pastyeso)
yum ewoid
-ueydwiA7 ordoossopug
Adoos
-Opus ‘01
pue (s o6)
Aw10100
ewodue  -vioy) ySu
-ydwi]  psulqmo)

snouloae) eoding

ewoBue sisdas
-qdwA] onsAo pue sseI)SIp
pue Aroyeardsar
BEIOUBWIY u,o« K1981ms
paxiN AousSowg

ON ON ON ON
st
-geydosso
ooy ON ON ON
ON SdX SHA SdA

ON

ON

SdA

prodijoq

opssag

proddjoq

€1

o

Sus|
Jounzl
X WW

parefar

120 saog aseesiponded W 59

Sumorrems 01
(yo1e 12y pajepIun Jur
-UOp WIOIJ SAUSS XY -UINg [BUIIS
uwgy) JRUNSIIULIO} -0X3al ‘YIS
PPN -seS 1addn) ‘feuolseoo) W SS

suImBow
0] paje[arun

Funrwoa

‘SSanISIp
Aroyendsax

‘goudsAp sgjuow

‘Buzooym A 61

xy 18992

ysiy Te1uol

(ponuuod) 1 A1AVL



146 M. SCARPIS et al.

of the esophageal mucosa. In addition, the area
where the polypectomy had been previously per-
formed was no longer visible, and the two gastric
ulcers were still present, based on a positive test
for Helicobacter Pylori. Consequently, the patient
was given a two-week prescription of amoxicillin,
omeprazole and metronidazole (250 mg to be taken
four times daily). The subsequent clinical exami-
nation, four months later, showed that the epigas-
tralgia had disappeared. Based on these results,
no further endoscopic exams were carried out.

DISCUSSION

Schmidt [11] described the first esophageal lym-
phangioma, discovered during an autopsy, in
1961. Then Brady [12] described the first endo-
scopic finding of an esophageal lymphangioma.
To-date, only 8 cases have been published in the
official scientific literature (Table I). Of these,
only two were removed endoscopically [13,14].
Another case occurred in a 19 month old baby: it
was surgically removed and the histological exam-
ination showed a mixed hemangioma and cystic
lymphangioma [15].

Symptoms vary depending on the location,
dimension, and degree of obstruction. In fact, the
lesion can be completely asymptomatic or can
cause dysphagia and odynophagia; in cases where
patients have complained of chest pain in the mid
sternal area, lymphangioma was also present with
either esophagitis, hiatal hernia, gastric ulcers or
coronaropathy: for this reason, the correlation to
the lymphangioma is difficult to determine.

Lymphangiomas can be considered hamarto-
mas originating from deep lymphatic structures

and their pathogenesis can be related to the cystic

dilatation of the enclosed lymphatic tissue, which
preserves its potential endothelial growth. On
gross examination, the lesions are pale, smooth,
with multicystic cut surface and exude clear yel-
lowish fluid. Histologically, the masses are com-
posed of a loose myxoid stroma and variably
sized enlarged channels lined by lymphatic

endothelial cells. There is no blood within the
vascular space.

The hypothesis that lymphangiomas could be
functioning lymphatic vessels is based on the fact
that lymphographies of retroperitoneal lesions
demonstrated an opacification of the cavities
within 48 h [16].

Lymphangioma can occur in every age, but
several authors have reported a higher incidence
during childhood [17-19].

Esophageal lymphangioma appears as a pale,
translucent and cystic lesion which softly deforms
under the pressure of the endoscope. Its endo-
scopic aspect can sometimes be difficult to dif-
ferentiate from submucosal sessile lesions as
esophageal varices [4]: for this reason, several
authors consider endoscopic biopsy as dangerous
[20]. Radiotherapy appears to be inadequate for
these neoplasms [6], and endoscopic resection,
when possible, in our opinion is recommended. In
fact, even if malignant degeneration has never
been observed, our case gives evidence, for the
first time in literature, of focal low-medium grade
dysplasia in the mucosa overlying the peduncu-
lated lesion. Thoracotomic surgical resection of
lesions, which are not endoscopically resectable,
should be indicated only after an accurate evalua-
tion of risks and benefits, with consideration of
possible conservative therapy of asymptomatic
and non-obstructing lesions with an endoscopic
and bioptic follow-up.
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