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Adrenal Cystic Lymphangioma

The Editor

Sir,

A previously healthy five-year old boy was evaluated for in-
termittent abdominal pain lasting for six months. Physical ex-
amination was normal but abdominal ultrasonography revealed 
a 3.5 × 4 cm lobulated cystic mass located in the right adrenal 
region. Laboratory results were all normal except for slightly 
elevated serum neuron-specific enolase [NSE] (31.2 µg/L). 
Magnetic resonance imaging evaluation reported the mass 
could be a simple adrenal cyst or cystic lymphangioma (CL). 
The patient was scheduled for laparoscopic exploration and 
excision of the mass. In the operating room, he was placed in 
the left semi-lateral position; a 10-mm umbilical trocar and 
three additional 5-mm working ports were inserted. A vessel 
sealing device was used to open the peritoneum, to dissect and 
completely excise the cyst (Figure). He was discharged home 
on the 2nd postoperative day without any complication. During 
a one-year follow-up period, there was no cyst recurrence.

Cystic lymphangioma is a rare, congenital benign tu-
mour, and most commonly reported in the head and neck re-
gions. Intra-abdominal CL is rare (5−10% of all cases), and
can be located either intra- or retroperitoneal. Presumed per-
centage of the retroperitoneal lymphangiomas is approximately
1% of all intra-abdominal cases (1−3). Symptoms of an intra-
abdominal CL such as mild abdominal pain, nausea, and
vomiting are neither pathognomonic nor specific to the pathol-
ogy (2, 4, 5).

Both ultrasonography and computed tomography (CT)
are useful to diagnose CL and determine its extensions. Com-
puted tomography assists the diagnosis of retroperitoneal le-
sion (2, 6). Magnetic resonance imaging is also a useful
modality in assessing its extension (3, 7).

Management options of intra-abdominal CL include ob-
servation, drainage and sclerotherapy, laser therapy, irradia-
tion, and surgical excision with laparotomy, laparoscopy
assisted laparotomy and laparoscopy (4, 7−12). Since the re-
ported complications and recurrence rates are very high in ob-
served cases, in cases treated with drainage and sclerotherapy,
or with irradiation, the preferred treatment of an abdominal CL
is prompt and complete surgical excision, which should pre-
vent recurrence (4).

Laparoscopic excision of the retroperitoneal CL in chil-
dren is rarely reported in the literature (5, 9). According to a
recent literature review, there are only three reported retroperi-
toneal CL cases which were successfully excised by la-
paroscopy in children, but none of them was located in the
adrenal region (13). Although laparoscopic excision of a CL
located in the adrenal gland region has not been reported pre-
viously, several laparoscopic approaches have been described
to access the adrenal gland regions (14).

In our case, we preferred the transabdominal-transperi-
toneal way to reach the right adrenal gland region, and we
found that laparoscopic excision of retroperitoneal CL in ad-
renal region is safe and effective with the help of a vessel seal-
ing device. We report this rare case to draw attention to how
laparoscopic excision is feasible even in such rare cases.
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Figure: The peritoneum is opened and the retroperitoneum is reached with
vessel sealing device. CL: cystic lymphangioma; asterisk: upper pole
of right kidney; dotted line: cut edges of peritoneum
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Closing the Gap between Preclinical Biologic Development
and Clinical Application in Rheumatoid Arthritis

The Editor,

Sir,

Rheumatoid arthritis (RA) is a chronic autoimmune disease;
deferment and relapse of aggressive synovitis finally leads to
destruction of joint cartilage and bone, and that is the main haz-
ard of the disease. In recent years, biologic agents have be-
come a hot spot of RA treatment research, owing to their higher
specificity and fewer side effects than existing non-biologic
disease-modifying and anti-inflammatory drugs. Although ex-
perimentally-induced arthritis models of rhesus monkeys are
considered to be the closest model to the human RA disease
(1), in the evaluation of preclinical biologic therapeutics,
whether the disease also relapses in rhesus monkey models and

the correspondent treatment efficacy in that condition were
rarely studied. The reason for this phenomenon is that it was
considered that induced-arthritis in rhesus monkeys is a
monophasic course, and findings in previous studies also
seemed to accord with this opinion: most common surrogate
markers for the rhesus monkey model, ie clinical scoring, in-
flammatory and immunological markers, returned to the nor-
mal range within a typical follow-up time (70 days) after
disease induction (2).

However, nowadays, in addition to the aforementioned
traditional markers, a more sensitive imaging method, mag-
netic resonance imaging (MRI) with features of high soft-tis-
sue resolution, multisection and multiparameter, has the unique
advantage of being able to visualize the subclinical inflamma-
tory synovium in clinical studies (3). In RA patients in remis-
sion according to the 28-joint Disease Activity Score-C-
reactive protein (DAS28-CRP), persistent active synovial in-
flammation detected by MRI is a high-risk predictor of subse-
quent joint destruction (4). Therefore, high-sensitivity MRI
may give a deeper understanding in experimentally-induced
arthritis in rhesus monkeys. In our previous study, we used
MRI for dynamic evaluation of small hand joints in induced-
arthritis models of rhesus monkeys treated with Celebrex (cele-
coxib). On day 90 after disease induction, MRI still revealed
active synovitis in small hand joints in some monkeys (Fig-
ure), but common markers (ie clinical scoring and CRP) had
returned to normal.

Figure: Magnetic resonance imaging (MRI) of small hand joints in rhesus
monkeys with induced-arthritis.

Comparing the condition of pre-induction (A) and 90 days post-induction (B)
rhesus monkey model in coronal enhanced T1-weighted images: before disease
induction, the metacarpophalangeal joints (MCPs) were normal and there was
non-enhancement in synovium; on 90 days post-induction, although most com-
mon markers of disease returned to normal: clinical scoring range within 0–1
point and CRP value below 1 mg/L, multiple active synovitis in MCPs (arrow)
can still be found in MRI, indicating the continuous chronic activity in rhesus
monkeys of induced-arthritis models after 90 days post-induction.

These data suggest that the sensitivity of conventional
indicators may be insufficient, leading to a lack of awareness
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