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1 	 | 	 INTRODUCTION

Cutaneous	lymphangioma	(CL)	is	a	rare	benign	disorder	
of	lymphatic	vessels	that	usually	occurs	in	regions	such	as	
the	head,	neck,	and	oral	cavity.	Cutaneous	lymphangioma	
primarily	occurs	in	children,	especially	before	the	age	of	
two.1	 From	 a	 clinical	 point	 of	 view,	 CL	 generally	 mani-
fests	 as	 clusters	 of	 translucent	 papules	 and	 vesicles	 that	
are	heterogeneous	in	color,	ranging	from	colorless	to	pur-
ple.	However,	these	malformations	might	occur	secondary	
to	some	conditions	such	as	radiation	therapy.	The	data	on	
the	 association	 between	 breast	 cancer	 radiation	 therapy	
and	breast	lymphangioma	remains	significantly	limited.2,3

Due	to	its	rarity,	we	describe	a	woman	with	a	history	
of	breast	cancer	and	chemoradiotherapy	with	superficial	
lymphangioma	on	her	right	breast.	It	is	a	rare	disease	but	
could	be	easily	diagnosed	with	histological	examination.

2 	 | 	 CASE PRESENTATION

A	 60-	year-	old	 woman	 presented	 to	 our	 clinic	 with	 non-	
itchy	shiny	translucent	papules	on	her	right	breast	surface	
since	8 years	ago.	She	had	a	history	of	medullary	breast	
carcinoma	20 years	ago,	underwent	quadrantectomy	and	
axillary	dissection,	and	had	a	history	of	chemotherapy	and	
breast	 and	 supraclavicular	 regions	 radiotherapy	 in	 two	
tangential	fields	(lateral	and	medial)	at	a	dose	of	5000	cen-
tigray	(cGy)	in	25	fractions	for	the	whole	breast	and	a	direct	
anterior-	posterior	field	for	the	supraclavicular	region	at	a	
dose	of	5000 cGy	in	20	fractions	with	Cobalt-	60 Machine	
20  years	 ago.	 She	 underwent	 a	 boost	 dose	 of	 1000  cGy	
tumor	bed	in	5	sessions	with	the	Siemens	machine.	The	
patient's	lesions	had	not	increased	ever	since.

A	physical	examination	showed	multiple	raised,	trans-
lucent	 papulovesicular	 lesions	 varying	 in	 size	 from	 a	
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Abstract
A	60-	year-	old	woman	presented	with	non-	itchy	shiny	translucent	papules	on	her	
right	breast	surface.	She	had	a	history	of	quadrantectomy	and	chemoradiother-
apy	due	to	medullary	breast	carcinoma	20 years	ago.	Cutaneous	lymphangioma	
occurred	secondary	to	surgery	and	radiotherapy	8 years	ago.	It	is	a	late	complica-
tion	of	breast	cancer	treatment.
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pinhead	to	one	cm	over	the	chronic	radiodermatitis	area	
of	the	patient's	right	breast	(Figure 1).	No	other	symptoms	
or	signs	were	found	in	the	patient.

The	patient	underwent	breast	skin	lesion	biopsy	with	
differential	 diagnoses	 of	 lymphangioma	 and	 metastasis.	
Histopathologic	 examination	 showed	 superficial	 widely-	
dilated	lymphatic	spaces	lined	with	thin	endothelial	cells	
with	 uniform	 hyperchromatic	 oval	 to	 flattened	 nuclei.	
Lymphatic	vessels	contained	some	proteinaceous	material	
and	 scattered	 lymphocytes	 around	 the	 vessels	 with	 hya-
linized	septae.	There	was	also	epidermal	atrophy	over	the	
lymphatic	 channels	 and	 elongation	 and	 thinning	 of	 the	
rete	ridges	embracing	lymphatic	channels.	A	diagnosis	of	
superficial	lymphangioma	was	confirmed	(Figure 2).	The	
lesions	 were	 benign,	 and	 the	 patient	 refused	 to	 receive	
treatment.	 After	 explaining	 the	 purpose	 of	 the	 report	 to	
the	patient,	written	informed	consent	was	obtained	from	
her.

3 	 | 	 DISCUSSION

Cutaneous	 lymphangioma	 is	 an	 acquired	 vesicular	 dila-
tion	of	lymphatic	channels.	Although	it	is	a	primary	dis-
ease,	 it	 may	 occur	 secondary	 to	 some	 conditions.	 It	 has	
been	shown	that	the	development	of	CL	is	associated	with	
the	treatment	of	some	cancers,	such	as	breast	and	cervix	
cancer.3,4	 The	 list	 of	 treatment	 protocols	 that	 cause	 this	
condition	 includes	 surgery	 alone,	 irradiation	 alone,	 and	
combined	surgery	and	irradiation.5	Cutaneous	metastasis	
(CM)	 of	 breast	 carcinoma	 rarely	 manifests	 as	 telangiec-
tatic	 carcinoma.	 Lymphangioma	 circumscriptum,	 simi-
lar	to	telangiectatic	carcinoma,	is	a	rare	form	of	CM	and	
should	be	differentiated	from	it.6

Radiation	therapy	is	considered	a	major	strategy	in	the	
treatment	of	various	types	of	cancer.	However,	irradiation	

can	also	cause	some	negative	changes	in	tissues	and	lead	
to	tissue	complications.	For	instance,	atypical	vascular	le-
sions	(AVLs)	are	benign	vascular	proliferations	that	usu-
ally	develop	after	radiation	therapy.	AVLs	present	as	small	
papules	or	nodules	in	both	solitary	and	multiple	contexts.7	
These	 lesions	 generally	 exhibit	 two	 histologic	 patterns,	
including	 superficial	 lymphangioma-	like	 and	 hobnail	
hemangioma-	like/benign	 lymphangio-	endothelioma-	like	
patterns.8	The	biopsy	of	our	case	was	consistent	with	the	
superficial	 lymphangioma-	like	 pattern,	 which	 is	 caused	
by	fibrosis	formation	in	the	junction	of	the	fatty	tissue	and	
reticular	dermis.

Radiotherapy	induced	fibrosis	and	lymphatic	obstruc-
tion	increase	local	pressure	and	consequently	lead	to	lym-
phatic	 fluid	 accumulation.2	 Clinically,	 due	 to	 saccular	
dilatation	of	superficial	lymphatic	channels,	lesions	may	
vary	from	hyaline	fluid	vesicles	to	reddish	nodules.3	These	
lesions	are	mainly	benign	and	different	 in	 size,	depend-
ing	on	 the	extent	of	 fluid	collection.	However,	 radiation	
therapy	can	provoke	the	development	of	some	malignant	
lesions,	such	as	angiosarcoma.2

Lymphocyte	 infiltration	may	be	due	to	chronic	 irrita-
tion	caused	by	intertrigo	and	maceration.	The	treatment	
of	lymphangioma	is	mostly	elective	and	for	cosmetic	and	
functional	 reasons.	 However,	 some	 secondary	 compli-
cations	 are	 probable	 such	 as	 infection	 and	 subsequent	
cellulitis.	 Several	 treatment	 modalities	 have	 been	 used,	
including	 electrodesiccation,	 laser	 therapy,	 cryotherapy,	
sclerotherapy,	and	surgical	excision.9	In	our	case,	although	
we	 explained	 all	 of	 the	 benefits	 of	 treatment	 modalities	
(electrodesiccation,	 laser	 therapy,	 cryotherapy),	 the	 pa-
tient	refused	to	receive	any	kind	of	treatment.

In	conclusion,	breast	lymphangioma	might	occur	sec-
ondary	to	radiation	therapy.	Although	this	phenomenon	
is	a	rare	and	late	complication	of	radiotherapy,	it	should	
always	 be	 considered	 in	 the	 diagnosis	 of	 patients	 with	
vesicular	 lesions	 in	 the	 field	 of	 radiation	 therapy	 in	 the	
differential	diagnosis	of	metastasis.	Further	reports	are	re-
quired	to	highlight	this	issue	in	an	attempt	to	help	oncol-
ogists	and	dermatologists	diagnose	patients	referred	with	
vascular	lesions	and	a	positive	history	of	radiotherapy.	In	
patients	with	a	history	of	breast	cancer,	the	disease	is	al-
ways	a	concern	for	physicians.	Recognizing	this	late	com-
plication	can	be	effective	in	reducing	this	concern.
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