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Recurrent cystic hygroma in adult: A case report
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ABSTRACT

Cystic hygroma or cystic lymphangioma is a congenital malformation of the lymphatic system that manifests itself as a soft, benign,
and painless mass. It is widely accepted that they arise from the remnants of embryonic lymphatic tissue which retains the potential
for proliferation. The majority of cases (80-90%) are diagnosed under the age of 2 and the condition is rare in adulthood. Recurrent
cystic hygroma is a known entity and can result from inadequate excision or specific tumor characteristics. We present a case of
recurrent cervical cystic hygroma in a 30-year-old female. The patient had undergone excision earlier for a similar type of swelling. She

underwent excision and based on histopathology was diagnosed as recurrent cystic hygroma.
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ystic hygroma is a benign congenital malformation of the

lymphatic system that occurs as a result of sequestration

or obstruction of the developing lymphatic vessels [1].
It usually affects children under 2 years of age but is quite rare
in adults [2]. Clinical presentation depends on the location, size,
and rate of growth of malformation. Diagnosis in adults presents
a greater challenge than in children, and the final diagnosis is
usually based on postoperative histology. Cystic hygroma can
be confused with branchial cleft cyst mucocele, ranula, pediatric
teratomas, and other germ cell tumors such as thyroglossal duct
cyst and thyroid goiter. There are few reported cases of adult
cervicofacial cystic hygroma and the optimum management of
these lesions is still a matter of debate [2,3]. We report a case of
recurrent cystic hygroma in the neck of a 30-year-old woman,
which was totally excised.

CASE REPORT

A 30-year-old woman presented with a painless large swelling in
the left side of her neck for 5 months. The swelling was initially
small in size and had progressively increased to 10 times of initial
size. There was no history of trauma, recent upper respiratory
infections, dysphagia, or difficulty in breathing. According to the
patient, she had a similar neck mass around 10 years back which
was excised. The swelling was excised and was diagnosed as a
lymphatic cyst according to the patient.
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On examination, the pulse was 82/min and blood pressure was
124/80 mmHg. Local examination of the neck revealed a cystic
swelling measuring approximately 12 cm % 10 cm, which occupied
the left posterior triangle of the neck covering the supraclavicular
region (Fig. 1). The swelling extended from sternocleidomastoid
muscle anteriorly to trapezius muscle posteriorly and it did not
move with deglutition. The mass had a globular surface and ill-
defined edges. It was soft to firm in consistency and brilliantly
transilluminant but was not tender or compressible. There was
a well-healed scar of previous surgery over the swelling. No
palpable lymph nodes were present on either side. The patient
had no neurological or vascular deficit. Other systemic reviews
were unremarkable.

Ultrasonography revealed a huge cystic lesion in the left lateral
aspect of the neck with septations. Magnetic resonance imaging
(MRI) revealed a large well-defined lobulated cystic lesion in the
left supraclavicular region. The lesion measured 6.2 cm X 5.0 cm
% 7.0 cm (Fig. 2). The lesion reached till left sternocleidomastoid
muscle in the anterior aspect, trapezius muscle in the posterior
aspect, and reaching up to the skin in the lateral aspect. There
were thin internal septations within the lesion with no obvious
solid component or eccentric wall thickening or fat content within
the lesion.

The patient was taken up for excision under general anesthesia.
During surgery, a horizontal incision was given over the bulge of
swelling, subcutaneous fat and platysmal flaps were raised and
careful dissection was done to remove the lesion. Hemostasis
was achieved with cautery. Wound closure was done by suturing
subcutaneous tissue followed by the fascia and skin. The patient
was discharged in satisfactory condition.
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Figure 1: Neck swelling in the posterior triangle with a scar of
previous surgery over swelling
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Figure 2: Magnetic resonance imaging revealed a large well-defined
lobulated cystic lesion in the left supraclavicular region

The surgical specimen measured 5 cm x 7 cm, appeared
irregular in shape but was well-circumscribed. Cut surface
revealed multiple cysts like spaces separated by thin fibrous
septae and filled with gelatinous material (Fig. 3). Histopathology
revealed varying proportions of large and small lymphatic

Figure 3: Cut surface revealed multiple cysts like spaces separated
by thin fibrous septae and filled with gelatinous material

channels containing lymph, few blood vessels, adipose tissue,
fibrous tissue, and lymphoid tissue. Based on the microscopic
observations in correlation with clinical features, a final diagnosis
of cystic hygroma was made.

DISCUSSION

Lymphatic malformations are uncommon benign, congenital
malformations of the lymphatic system that involves a failure of
communication between the lymphatic and the venous pathways
which leads to the accumulation of lymph [4]. Cystic hygroma is a
misnomer for macrocystic lymphatic malformation. Cystic hygromas
are relatively rare lesions. Most cystic hygromas present in utero or in
infancy and most of the literature on management considers pediatric
cases [5]. However, the etiology for cystic hygroma arising in adults
is controversial and it is thought to be an acquired process such as
infection, trauma (including surgery), or lymphatic obstruction [6].
The effects of these lesions depend on their locations and relationship
with surrounding structures, although the most common adult
presentation is of a painless lump in an otherwise asymptomatic
patient [7]. Clinical presentation depends on the location, size, and
rate of growth of the hygroma. Extensive lesions in the floor of the
mouth, oropharynx, or in the neck can lead to pressure manifestations
such as dysphagia when compressing the esophagus or dyspnea due
to tracheal or laryngeal compression [8].

Various diagnostic modalities have been mentioned in the
literature. Imaging methods such as ultrasound, MRI, and computed
tomography have been used before treatment [9]. Pre-operative
imaging is important to look for intrathoracic extension, which is
present in 10% of cases. In our patient, the diagnosis was made
clinically and supported by the ultrasound; we performed MRI for
better anatomical mapping and planning for the surgical approach.

Several staging and classification systems have been
employed for better diagnosis and management [10]. Kennedy
classified these lesions into four types: Superficial cutaneous,
cavernous, cystic hygroma, and diffuse systematic [11]. Jackson
classified vascular malformations into two types: Low flow and
high flow. Lymphatic malformations were classified as low-flow
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lesions. De Serres proposed a staging system according to the
location and extent of lesions: Stage 1 is unilateral infrahyoid,
Stage 2 is unilateral suprahyoid, Stage 3 is unilateral infrahyoid
and suprahyoid, Stage 4 is bilateral infrahyoid, and Stage 5 is
bilateral infrahyoid and suprahyoid [12].

Medical therapy using intralesional sclerosants such as
ethanol, quinine, bleomycin, and OK-432 has been tried for
the treatment of cystic hygroma but their use is limited by the
high recurrence rate, rapid increase in the size of the hygroma,
inflammation, and alteration of normal tissue planes, and lack
of tissue sample for definitive histological diagnosis [13].
Intravenous cyclophosphamide has been used, with some success,
in recurrent lesions following surgery [14].

Surgical management is the mainstay of treatment of adult-
onset cervical cystic hygroma and is based on the principle of
meticulous and complete dissection of the cyst from adjacent
tissues to prevent a recurrence. We preferred mid-cervical neck
incision or over the mass incision because it provided good
exposure tothe upper-and lowermost part ofthe cyst, withoutundue
tension, retraction, or compromise of the flaps and could easily
be hidden under clothing. Preservation of normal neurovascular
structures of the neck is essential. Unlike the congenital variety
of cystic hygroma, the adult-type lesions are well defined, making
complete surgical excision more feasible [15].

The post-operative complications usually observed after
surgical excision of cystic hygroma are wound infection,
hemorrhage, hypertrophied scar, and lymphatic discharge from
the wound. Complex cystic hygromas recur in about 10-27% of
cases, even after apparent complete excision and 50—100% in
partial excision [16]. Recurrence is due to incomplete excision
and is more common with the microcystic and mixed type as they
have a tendency to interdigitate into tissue planes, enveloping
neural and vascular tissues and complete excision is difficult [16].

Our patient had a similar swelling which was excised 10 years
back and she had a recurrence of swelling of only 5 months
duration. This is unlikely to be due to incomplete excision and
more possibly due to unknown factors such as infection and
trauma, leading to lymphatic obstruction. In our patient, we chose
the surgical option as she had a recurrent swelling and might
present with pressure manifestations subsequently due to the large
size of the hygroma. Surgery was straightforward, with complete
preservation of vital neck structures, with no post-operative
complications, and no recurrence has been reported to date.

CONCLUSION

Acquired cystic hygroma in adults is a rare condition with
variable presentation. The mainstay of treatment is complete

excision. Continued reporting of cystic hygroma in adults will
help to elucidate various presentations, diagnostic dilemmas,
management options, and complications. This case contributes
to the specific body of literature on recurrent cystic hygroma in
adults.
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