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ABSTRACT

0z

Lymphatic injury is common in surgical procedures, but only
1-11% of cases present with chylous fistula. Although high
volume chylous fistula is a rare condition after liver resection,
serious life-threatening complications such as empyema and
peritonitis secondary to severe mechanical, nutritional and
immunological disorders due to protein loss may accompany
this condition. Here, we report a 58-year-old male patient with
Klatskin tumor (Bismuth-Corlette, 3A) who had high volume
chylous fistula after right hepatectomy. In spite of medical
treatment (fat-free diet, somatostatin) and tube drainage for 4
weeks, daily chylous fistula ranged between 600-1800 cc/day.
Due to the prolonged drainage, low-dose radiotherapy was
applied to the patient. The patient underwent fractionated
radiotherapy protocol at a daily dose of 150 cGy (total 1200
cGy) for 8 days. The drainage decreased to 150 cc on day 1,
than to 50 cc on day 3 and the drain was removed on day 5.
The patient has been under follow up without any problem
for 18 months. Several interventional and surgical multimodal
procedures have been described in the literature for the
treatment of refractory chylous fistulas. There are very few
studies on radiotherapy in the literature. We believe that
low-dose fractionated radiotherapy may be an alternative
treatment modality for refractory cases.
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Lenfatik yaralanma cerrahi girisimler sirasinda siklikla olmakla
birlikte, olgularin %1-17inde siloz fistiil olarak karsimiza
ctkmaktadir. Karaciger rezeksiyonlari sonrasinda yiiksek debili
siloz fisttl nadiren gorilen bir durum olmakla beraber, protein
kaybina bagli olarak ortaya c¢ikan ciddi mekanik, nitrisyonel
ve imminolojik bozukluklar sonucunda ampiyem ve peritonit
gibi yasami tehdit eden ciddi komplikasyonlar tabloya eslik
edebilir.

Burada, 58 yasindaki Klatskin tiimorli (Bismuth-Corlette, 3A)
bir erkek hastamizda yaptigimiz sag hepatektomi sonrasinda
ortaya cikan ylksek debili bir siloz fistil olgusu sunulmustur.
Yapilan 4 haftalik tibbi (yagdan fakir diyet, somatostatin)
tedaviye ve tiip drenaja ragmen ginlik siloz fistulin 600-
1800 cc/giin arasinda degiserek devam ettigi gozlendi.
Siirecin uzamasi nedeniyle, hastaya diisik doz radyoterapi
uygulamasinin yapilmasina karar verildi. Hastaya giinliik 150
Gy fraksiyone dozda 8 giinliik radyoterapi protokolii (toplam
1200 cGy) uygulandi. Uygulama sonrasi 1. gtinde drenaj miktari
150 cc'ye ve sonraki 3 giinde toplam 50 cc'ye indi ve dren
cekildi. Hasta post-operatif 18 aydir problemsiz izlenmektedir.

Literatirde medikal tedaviye direncli siloz fistillerin
tedavisi amaciyla girisimsel ve cerrahi pek cok multimodal
prosedir tanimlanmistir. Tedavide radyoterapi uygulamasi
ile ilgili calismalar ise cok azdir. Olgumuzda uyguladigimiz
dustk doz farksiyonize radyoterapi uygulamasinin tedaviye
direngli olgularda alternatif bir tedavi yontemi olabilecegine
inantyoruz.

Anahtar Kelimeler: Siloz fistil, komplikasyon, hepatektomi,
karaciger, radyoterapi
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Introduction

Approximately 2.4 liters of lymphatic fluid rich in fat (0.4-6 g/dL) is
absorbed from the intestines and is introduced into the circulation by
lymphatic channels. Sixty to seventy percent of this transport occurs
through thoracic duct. There are immunoglobulins, enzymes, digested
products and leukocytes (400-6800 white blood cell/mL), mostly
lymphocytes, in lymphatic fluid (1).

Chylous fistula was first described in the 17" century after trauma (1).
Lymphatic injury is seen in the neck, thoracic and intraabdominal
surgery, however, only 1-11% of cases present with chylous fistula
(2). Nowadays, it is seen more due to increased number of extended
radical surgeries. In order to be able to call a fistula, the triglyceride
value should be more than 110 mg/dL in the biochemical analysis of
the collected fluid (1,3). Depending on the volume in cases with fistula,
serious complications such as fluid-electrolyte-protein imbalance,
malnutrition, acidosis, impaired immune functions, prolonged hospital
stay and infection may occur (2).

The classical approach in patients with chylous fistulas includes diet
control (high protein, low fat, medium-chain triglyceride diet), fasting,
somatostatin administration, parenteral fluid supplementation and
total parenteral nutrition (1,2,4,5). In case of increased volume of
chylous fistula and prolonged drainage, the risk of morbidity increases
and the stabilization of the patient becomes more difficult. Several
interventional and surgical treatment methods have been described
in the literature for patients refractory to medical treatment (Table 1)
(1,2). Despite all interventions, the surgical approach may also fail in
the treatment of refractory cases with high volume. There are some
studies reporting that approximately half of the patients can die due to
complications (1,2,6).

There are several studies on the development of chylous acid or
chylothorax after radiotherapy or exposure to radiation. However, there
are few studies on the use of radiotherapy in the treatment of chylous
fistula (1,2,5,6).

Here, we present a refractory high volume chylous fistula case that was
successfully treated by radiotherapy, and discuss the topic in the light
of the literature.

Case Report

The serous drainage started on post-operative day 5 in a 58-year-old
male patient who underwent right hepatectomy for Klatskin tumor
(Bismuth-Corlette, 3A) and increased from 300-700 cc to 1100 cc on day
7 with becoming a milky-white fluid rich in fats. Biochemical analysis
of drain fluid confirmed chylous fistula (triglycerides >110 mg/dL). In
spite of medical treatment (fasting, diet, somatostatin and parenteral
fluid therapy) for 4 weeks, daily chylous fistula ranged between 600-
1800 cc/day (Figure 1). There was no improvement despite all the
classical medical treatment modalities. Due to the prolonged drainage,
the radiotherapy treatment protocol was decided to be applied earlier.
Informed consent was obtained from the patient and radiotheraphy
was initiated. The patient underwent an 8-day low-dose fractionated
radiotherapy protocol at a daily dose of 150 cGy (total 1200 cGy) starting
from post-operative day 28 (Figure 2). The drainage decreased to 150 cc
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on day 1, than to 50 cc on day 3 and the drain was removed. Therapeutic
radiotherapy was completed and liver functions of the patient were
normal. He was discharged without any problems and the patient has
been under follow up without any problem for 18 months.

Discussion

Chylous ascites may develop due to traumatic and atraumatic causes.
Intraabdominal tumors (17-57%), anomalies (32%), cirrhosis (11%)
and mycobacterial infections (10%) are the most common atraumatic
medical causes (2,5). Studies have shown that lymph node dissection
and the number of lymph nodes, tumors fed from the superior
mesenteric artery, retroperitoneal tumor invasion, paraaortic region
dissection, surgeon’s experience, radical surgical procedures, chronic
pancreatitis, hypoalbuminemia, neoadjuvant chemotherapy and early
enteral nutrition may play a role in the development of chylous acid
1,2,7).

It is common for the lymphatic structures to be traumatized during
surgical procedures and they recover spontaneously in most cases. There
are very few cases reported after liver surgery. It can be seen especially
after transplantation and major liver surgery. In their study including
516 liver transplantation cases, Yilmaz et al. (3) stated that 24 cases
(4.6%) had chylous acid. In the same study, hypoalbuminemia, presence
of acid, hilar zone dissection and using vessel sealing system have been
reported to increase the risk (3). In a systematic analysis performed by
Weniger et al. (2), chylous acid was observed in 4.7% of liver surgeries,
1-11% of pancreatic surgeries, 1-6.6% of colorectal surgeries and 11.5%
of gastric tumor surgeries with D3 lymph node dissection. The location
of the pathology can be detected by lymphangiography in 75% of
cases (2,8,9). In our case, it was thought that chylous fistula developed
after extensive hilar and lymphatic dissections performed for right
hepatectomy for hilar cholangiocarcinoma. However, no localization
study was performed in our case.

The clinical case series related to the treatment of chylous acid or fistula
are limited and there are no treatment guidelines and algorithms (2).
Most of the chylous fistula cases (77%-100%) recover with the classic
medical approach (1,2,5). We applied the classical approach modalities
in our patient for four weeks, but we failed. Various and more aggressive
modalities are applied in cases with inadequate response to treatment
(Table 1). In addition to the aforementioned treatments for chylous
acid in cases without drain, there are also case seies with intermittent
paracentesis. Diuretics have no place in treatment. Although there were
literature data on the use of orlistat, we did not use it (1,5).

Application of local chemical sclerosing agents and embolization with
lymphangiography are the treatment options that should be considered
before surgery for the refractory cases. Matsumoto et al. (10) treated 8
of 9 cases with lymphangiography. Shunt surgery (Le Veen or Denver) or
ligation of open lymphatic ducts are the other recommended treatment
methods (1,11). In a series of 163 cases with complex oncologic surgical
procedures, Kaas et al. (12) reported that 12 cases (7.4%) had chylous
acid and nine of them recovered with conservative treatment, and that
they applied peritoneovenous shunting in three cases. However, there
are also studies reporting that shunts should be revised frequently and
that 20% of the cases have died (13).
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Table 1. Treatment modalities applied in chylous fistulas
- Enteral nutrition/TPN (Total parenteral nutrition)
- Fat restriction on diet
Medical - Octreotide, 300 pg/day
- Orlistat (Reversible lipaz inhibitor)
- Etilefrine (Sympathomimetic), 120 mg/day
- Paracentesis

- Pleurodesis/Peritoneodesis (Talc, tetracyclin, fibrin glue,
concentrated glucose solution, streptokinase, OK-432...)
- Percutaneous drainage
Interventional - TIPS (Transjugular intrahepatic portosystemic shunts)
- Lymphangiography

- Embolization of lymph ducts (Cysterna chyle
embolization)

- Low-dose radiotherapy application
-Abdominal drainage
) -Pleuroperitoneal shunt
Surgical -
-Peritoneovenous shunt

-Ligation of Cysterna chyle (Open/Laparoscopic)

Figure 1. The chylous fistula volume from the subhepatic drainage varies
between 600-1800 cc per day

Sensitivity of the lymphatic tissue to radiation is known. It is known
that chylous acid may develop due to radiotherapy. On the other hand,
it is also known that edema occurs in the lymphatic tissue primarily,
followed by narrowing of the canals and decrease in lymphatic tissue
size. There are very few publications in the literature on this subject
(1,6,14-18). Dietl et al. (14) achieved successful results with low-dose
radiotherapy in refractory lymphorrhea after vascular interventions in
the inguinal region. Habermehl et al. (15) reported similar results. In
the literature, there are studies reporting that chylous acides due to
celiac lymphoma is treated by radiotherapy (14). It was reported that
chylous fistula developed after gastric cancer surgery with D2 dissection
was successfully treated with low-dose radiation (15). The largest series
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Figure 2. Radiotherapy protocol: The patient underwent an 8-day low-
dose fractionated radiotherapy protocol at a daily dose of 150 cGy (total
1200 cGy) starting from post-operative day 28

of chylous fistulas treated with a radiotherapeutic approach was by
Sziklavari et al. (6) from Germany with 7 cases. The cases in this series
included patients undergoing thoracotomy and lobectomy or wedge
resection. Regarding the operated organ, our case is the first case treated
with radiotherapy in the literature. As a result, we achieved a successful
outcome in our patient with low-dose radiotherapy (Figure 1). On the 5"
day of low-dose radiotherapy, the drainage stopped and the patient has
been under follow up without any problem for 18 months.

Conclusion

High volume chylous fistula is a serious complication with high
morbidity and mortality. In the literature, several interventional and
surgical multimodal procedures have been described for the treatment
of the refractory chylous fistulas. However, there is few data about
radiotherapy in the treatment. We believe that low-dose fractionated
radiotherapy may be an alternative treatment modality for refractory
cases.
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